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Extended Abstract

Chronic health conditions present a substantial and growing challenge for healthcare
systems worldwide. While much work has focused on improving care for common chronic
ilinesses, a significant gap remains in addressing the unique needs of patients with poorly
understood or “unexplained” conditions. Employing a multi-method, multi-phase design with
Patient and Public Involvement (PPI) throughout, this thesis examines the experiences of
individuals living with such conditions in Ireland, with a particular focus on their experiences
of healthcare. The research programme embraced the collaborative ethos of PPI, capturing
the voices of patients both as participants and co-creators, with a view of developing
actionable recommendations for change. Four studies were conducted over four phases of

research.

Phase one involved a systematic literature of qualitative evidence concerning the
experiences of individuals with Medically Unexplained Symptoms (MUS), Fibromyalgia
Syndrome (FM) and Myalgic Encephalomyelitis/Chronic Fatigue Syndrome (ME/CFS), and
those of healthcare practitioners working with this group of patients. Meta-aggregation of
findings from 143 studies resulted in thirteen synthesised findings, with patient and clinician
experiences reflecting a common theme of sensemaking at the limits of biomedical
knowledge. Highlighting the challenge of medical uncertainty, the review revealed a lack of
person-centeredness in healthcare and pointed to the patient-clinician dynamic as a viable

target for change.

Research phase two employed a cross-sectional, mixed-method online survey to explore the
knowledge, understanding and perspectives on ME/CFS and FM of a sample adults in Ireland,
specifically those with prior recognition of either condition, along with their appraisal of
public and clinician knowledge and awareness. A total of 319 individuals completed the
survey, and results revealed a good level of understanding among individuals familiar with
ME/CFS (n=238) and FM (n=280). Participants typically highlighted core issues of stigma and
invalidation and recognised a myriad of healthcare-related challenges faced by individuals
living with these conditions. Notably, the results revealed a largely pessimistic outlook on the
diagnosis, treatment and management along with overwhelmingly negative views of
clinicians’” knowledge and awareness of both conditions. Together, findings highlighted a
troubling lack of confidence in healthcare among adults in Ireland, underscoring the need to

further explore patients’ lived experiences in this context.



The third phase of research comprised of an in-depth exploration of the lived experiences
and healthcare journeys of individuals (N=12) with various poorly understood conditions in
Ireland, including FM, Ehlers-Danlos Syndrome, Postural Tachycardia Syndrome, Functional
Neurological Disorder, ME/CFS, and Long-COVID among others. Utilising the Life Grid method
and a phenomenological focus, the results provided a rich, multidimensional account of the
transformative impact of chronic illness on individuals’ lifeworlds. Combined with exploratory
patient journey maps, accounts illustrated that healthcare experiences are largely
disappointing, as individuals struggle to navigate a poorly coordinated, “broken” system that
fails to provide multi-disciplinary care. Participants’ accounts of being disbelieved and
silenced highlighted complex power dynamics that exist between service users and
healthcare practitioners, with overall results suggesting that integrated and patient-centered

care is lacking.

The fourth phase of research employed focus groups to explore the healthcare-related needs
of individuals with poorly understood conditions (N=24), with the specific aim of developing
recommendations for change. PPl contributors were involved in the collaborative analysis of
data collected, further ensuring that research outcomes were aligned with the needs and
priorities of patients. Findings revealed that the healthcare experiences of patients with
chronic and poorly understood conditions are unsatisfactory, with recommendations most
often targeting consultation dynamics and service structure. Results highlighted a
fragmented healthcare system, characterised by poor coordination and communication
breakdowns, and a lack of comprehensive multidisciplinary care for individuals with complex
needs. Generally, a need for holistic and personalized approaches to care and the
development of multidisciplinary clinics, networks and specialised diagnostic facilities were

emphasised, as was a need for patient partnership in research.

Collectively, this research reveals major gaps in care for this patient population. The research
programme has two overarching implications. First, it provides compelling evidence for a
need to adopt an integrated, patient-centered model of healthcare delivery; and second, it
highlights the need for meaningful, sustained patient and public engagement in research and

healthcare design.
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Chapter 1. Introduction

1.1 Background

Chronic health conditions, characterized by their persistent and often progressive nature,
have become increasingly prevalent, and their management has emerged as one of the
biggest challenges facing healthcare systems today (Holman, 2020; McGrail et al., 2016).
Projections indicate that the burden of chronic illness world-wide will increase such that
by 2048, chronic noncommunicable diseases will account for 86% of the 90 million
deaths each year (World Health Organization, 2023). Individuals with chronic conditions
frequently face a range of intricate, fluctuating, and worsening symptoms that
substantially affect numerous aspects of their daily lives. They might require
interventions and follow-up management from multiple specialists and health
professionals, community services and social care providers, which necessitates a high
level of integrated care (Borgermans et al., 2017; Gavalda-Espelta et al., 2023; Lennox-
Chhugani, 2021; Martinez-Gonzalez et al., 2014). Thus, it has long been recognised that,
as the number of people living with chronic conditions continues to increase, the
healthcare system must adapt to provide comprehensive, coordinated, and patient-
centered care to address the complex and multifaceted needs of this population (e.g.,

Epping-Jordan et al., 2004; Wagner et al., 2005; Zulman et al., 2014).

While most research in Ireland has focused on integrated care for patients with acute or
common chronic ilinesses, such as cardiovascular disease, cancer, and diabetes (e.g.,
Darker, 2014; Darker et al., 2015), less is known about the care coordination for patients
with poorly understood, under-recognised or rare conditions. For these patients, the
medical journey is additionally complicated by diagnostic uncertainty and a lack of
rudimentary care pathways for care, as well as a disbelief, invalidation, and a lack of
awareness by healthcare providers. For example, patients with Ehlers-Danlos Syndromes,
a group of poorly recognised connective tissue disorders impacting multiple systems,
often face disbelief, a diagnostic odyssey and a fragmented healthcare system that fails
to effectively provide the multidisciplinary care their condition requires (Dijk et al., 2024;
Halverson et al., 2021; Julier, 2021; Mittal et al., 2021; Ward et al., 2022). This pattern of
disbelief and dismissal is well-documented across a number of poorly understood or

“contested” chronic conditions, including Fibromyalgia Syndrome (FM), Myalgic
1



Encephalomyelitis/ Chronic Fatigue Syndrome (ME/CFS) , Irritable Bowel Syndrome (IBS),
Postural Orthostatic Tachycardia syndrome (POTS), chronic Lyme Disease, and more
recently, Long-COVID (e.g., Bjorkman et al., 2016; Clutterbuck et al., 2024; Geraghty &
Blease, 2019; Kavi, 2021; Kool et al., 2009; Luty, 2018; Morrison et al., 2021). While
distinct, these conditions are often subsumed under the umbrella of “medically
unexplained” syndromes; or those with ambiguous physical symptoms that cannot be
readily attributed to an underlying disease, referred to as Medically Unexplained

Symptoms (MUS) (Baloh, 2020).

Generally, the literature suggests that patients with MUS tend to be high utilizers of
healthcare and incur substantially higher costs than other patients (Barsky et al., 2005;
Bermingham et al., 2010; Burton et al., 2012). As a group, they are also considered
unpopular in healthcare settings: negative attitudes are expressed by practicing
physicians and medical students, who frequently refer to this group of patients as
“frequent flyers”, “doctor shoppers”, “attention seekers”, “heartsink” or “thick folder
patients” (e.g., Aiarzaguena et al., 2013; Czachowski et al., 2012; Stone, 2014).
Uncertainty regarding aetiology and detection often leads clinicians to conclude that
MUS and contested syndromes are psychosomatic, psychogenic, manifestations of
hysteria, or are conversion or functional disorders (Bransfield & Friedman, 2019; Ding &
Kanaan, 2017). This practice of attributing symptoms to ill-mental health is increasingly
recognised as traumatic to patients who feel psychological explanations are stigmatising,
offensive, and undermine the physical reality of their iliness (Cheston, 2022).
Unsurprisingly, this feeds into a conflictual and mutually disappointing patient-clinician

dynamic, with communication practices identified as potential intervention targets

(Epstein et al., 2006; Houwen et al., 2017, Stortenbeker et al., 2022).

It is noteworthy that a number of other ethical, conceptual and practical issues with MUS
have been raised (e.g., Eriksen et al., 2013; O’Leary, 2018), including the clinical utility of
the label, which Rasmussen (2020) describes as a “junk drawer category”. Tack (2019)
also points out that MUS are often reappraised as medically explained at long-term
follow up, which raises concerns regarding missed treatment opportunities for patients
living with them. The expanding evidence base for pathophysiological mechanisms

underlying many so-called unexplained conditions (e.g., Annesley et al., 2024; Clauw et



al., 2024) serves as a reminder that “unexplained” symptoms likely reflect gaps in

medical knowledge rather than an absence of organic cause per se.

With this overview in mind, this thesis takes the position that current scientific
understanding is incomplete; thus, redressing medically unexplained symptoms and
syndromes as “poorly understood” conditions throughout. The remainder of this chapter
provides further context to the research, including an overview of the healthcare system
in Ireland, integrated care for chronic illness, the central role of partnership with
patients, and finally, a rationale for the research and outline of the structure of the

thesis.

1.2 Healthcare in Ireland

The Irish healthcare system operates as a mixed, two-tier public-private model, providing
services to a population of approximately 5.1 million people (Central Statistics Office,
2023). Primarily funded through general taxation, the system is under the stewardship of
the Department of Health, which oversees policy direction and performance. The Health
Service Executive (HSE) acts as the statutory body responsible for managing healthcare

delivery and implementing health and social care policies.

The Organisation for Economic Co-operation and Development (OECD) reports that
recent trends in health among the Irish population are optimistic. In 2019, 84% of the
population reported being in good health, though one in three (28%) adults reported
having at least one chronic condition (OECD, 2021). In 2020, mortality rates from
preventable causes in Ireland were approximately 20% lower than the EU average, and in
2022, 80% of Irish adults reported being in at least good health, the highest proportion in
the EU (OECD, 2023, 2024). However, despite this and significant investment in
healthcare in Ireland, the organization also reports that Ireland has one of the lowest
numbers of hospital beds per capita in Europe, and that lengthy waiting lists and unequal
access to care remain critical issues. In 2022, 2.6% of the population reported having
unmet needs, a percentage higher than the EU average, attributable to factors such as
excessive cost, travel distance and wait times (OECD, 2023). These capacity issues are
exacerbated by fragmentation of care and poor coordination between services, an issue

that particularly impacts patients with complex multi-disciplinary care needs.



The need for an integrated, single-tier system has been long recognised in Ireland and is
identified as a priority target in Irish policy documents for healthcare reform. Sldintecare
was a landmark initiative in Irish healthcare reform introduced in 2017 by the Houses of
the Oireachtas Committee on the Future of Healthcare to address long-standing
inequities and inefficiencies in healthcare. At time of writing this thesis, Ireland’s national
healthcare system began to implement Sldintecare’s 10-year plan for reform, articulated
in the Sldintecare Implementation Strategy and Action Plan 2021-2023 (Department of
Health, 2021). This government policy document sets out an agenda and roadmap for
change, outlining two key targets: system fragmentation and the two-tiered structure of

healthcare, discussed below.

1.2.1 System Structure

The two-tiered healthcare system in Ireland has been problematic and has been a point
of ongoing criticism. Achieving a health service with a single tier, where patients are
treated on the basis of need rather than ability to pay, has been a goal for many years
and remains a priority of Sldintecare, articulated under Programme 2 in the
Implementation Strategy (Department of Health, 2021). While most European countries
have achieved universal or near-universal coverage of the population of a core set of
health services, such as consultations with doctors and hospital care (OECD, 2024),
Ireland has been an anomaly in that it has historically failed to move towards Universal
Healthcare despite repeated implementation promises (Connolly, 2024; Wren &

Connolly, 2019).

The public tier of the system, funded through general taxation and managed by the HSE,
provides a comprehensive range of services to the population. All residents of Ireland are
eligible to access this tier, with holders of means-tested Medical Cards or GP Visit Cards
entitled to either free or subsidized care. The private healthcare tier exists alongside this
and is funded through private health insurance and out-of-pocket payments, serving
those at the upper end of the socioeconomic distribution (Goldrick-Kelly & Healy, 2018).
This translates to stark inequalities in access to healthcare, as patients relying on the
public system face long waiting times for diagnostic services, access to specialists or
consultants and procedures, whiles those with private insurance can bypass queues in

the public sector (Connolly, 2024). In addition to this, users of the private tier benefit
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from access to private accommodations in public facilities, leading to concerns over
“crowding out” of public patients” access to care in public hospitals (see Keegan et al.,

2018, 2022).

The implication of the dual model through which the system operates at present is that
healthcare in Ireland is heavily determined by socioeconomic status. For context, in
2019, the OECD reported a gap in the prevalence of chronic conditions by income
groups, such that 42% of adults in the lowest income group reported having at least one
such condition, as compared to 17% of those in the highest economic group (OECD,
2021). Highlighting the disproportionate impact of the structure on socioeconomically
disadvantage groups, the OECD (2023) also reported that while 3.2% of individuals in the
lowest income quintile reported wait-time related unmet medical needs, this figure was
only 1.1% for those in the highest quintile. Put more directly by Heavey (2019), this
model has resulted in patients dying while waiting for public treatment, when they could
have been treated and possibly saved if they had private health insurance. However,
others have highlighted that inequalities in the system exist for both public and private
patients, for example, with access to allied health professionals such as psychologists,
physiotherapists and occupational therapists being problematic for both groups (e.g.,

Darker et al., 2015).

1.3 Integrated Care

Patients in Ireland have long complained of challenges arising from a lack of integration
of services, noting poor coordination between and within services in both acute and
chronic care in the Irish healthcare system (Darker, 2014; HSE, 2021). Nearly a decade
ago, Darker et al. (2015) highlighted a need to adopt a chronic care model, incorporating
patient, provider and system-level interventions to improve care for this population

nationally.

The Chronic Care Model (CCM), which emphasises the importance of coordinated,
patient-centered care, has been recognised as a promising framework for addressing the
complex needs of individuals with chronic illness (Wagner et al., 2005). First published in
1996 and revised in 1998 (Wagner, 1998; Wagner et al., 1996), the CCM is an evidence-
based framework that aims to transform healthcare from a reactive to a proactive

approach, and encompasses a multifaceted strategy involving patient, provider, and
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systemic interventions. This model suggests that optimal care is realized when a well-
prepared and proactive healthcare team engages with a knowledgeable and empowered
patient, who is seen as a partner in their care (Grudniewicz et al., 2023; Holman & Lorig,
2000; Oprea et al., 2010). Shared decision-making is at the core of patient empowerment
(R. Anderson & Funnell, 2010) and is particularly important in chronic care due to the
significant levels of self-management required (Lenzen et al., 2015; Montori et al., 2006;

Wagner et al., 2001).

Studies have linked the successful implementation of this model to enhancements in
healthcare processes, improved patient care and health outcomes, enhanced quality of
life, as well as reductions in healthcare costs and service utilization (e.g., Coleman et al.,
2009; Davy et al., 2015). However, as emphasised by Darker et al. (2015), the
implementation of this model has been fraught with difficulties, particularly in healthcare
systems that have been historically focused on acute, provider-centric care, including in
Ireland. Some progress has been made in recent years, as the HSE has published the
Integrated Care Programme (ICP) for the Prevention and Management of Chronic Disease
(HSE, 2017), along with models of integrated care for four prevalent chronic diseases
affecting over one million people in Ireland: cardiovascular disease, type two diabetes,
chronic obstructive pulmonary disease and asthma. In alignment with Sldgintecare, the
focus of the ICP is to deliver patient-centered, coordinated services across healthcare

settings for this population, whilst ensuring care that is safe, efficient, timely and local.

More recently, A Model of Care for Rare Disease (HSE, 2021) was published outlining a
vision for integrated care, and a pilot study (Ward et al., 2022) has explored the
development of a national rare disease care pathway in the context of twenty-nine more
prevalent multi-systemic rare conditions, including EDS and Juvenile Idiopathic Arthritis.
This report involved patient and clinical specialist stakeholders who collaboratively
identified Nurse Specialists, Medical Social Workers, Psychologists and Registry Manager
roles as essential in the care pathway and emphasised a need for holistic approaches to
care. Beyond this, however, there appear to be a lack of guidelines and defined pathways
for care for patients with other poorly understood chronic conditions in Ireland,

complemented by a notable lack of epidemiological data.



For instance, aside from an estimate of 6,000 rare diseases in Ireland reported in the
Irish National Plan for Rare Diseases 2014-2018 (Department of Health, 2014), true
prevalence of these diseases in the country is unknown (Aymé et al., 2015). One estimate
claims that over 2,000 people in Ireland have been diagnosed with EDS (Ehlers Danlos
Society, 2023), which is likely an under-estimate given that this term is an umbrella term
for at least 14 recognised types, some more rare than others (Dijk et al., 2024). There are
no available statistics regarding the number of people in Ireland diagnosed with FM and
ME/CFS, though one estimate suggests that one in three people live with non-cancer
chronic pain (Raftery et al., 2012) and the Irish ME/CFS Association (2024) estimates that
before the COVID-19 Pandemic, between 10,000 and 20,000 individuals were living with
ME/CFS in Ireland.

1.3.1 Organisational Reform in the Irish Healthcare System

As previously mentioned, an essential component of the Sidintecare reform agenda is the
system integration strategy. This is articulated under Programme 1, Improving Safe,
Timely Access to Care, and Promoting Health & Wellbeing (Department of Health, 2021).
At time of writing this thesis, the HSE has initiated The Health Regions Organisational
Reform (Government of Ireland, 2023) as part of this strategy, a transformative move
with full implementation envisioned by March 2025. Patient and Service User Partnership
is central to the structural reform, reflecting broader international trends towards
patient-centered care and Patient and Public Involvement (PPI). This reform focuses on
improving the coordination and continuity of care through the establishment of six
Regional Health Areas (RHAs) to facilitate the delivery of integrated health and social care
designed around people and planned around communities. According to this

programme,

“Integration will be achieved through the alignment of hospital-and community-
based services and through a holistic partnership with GPs, Pharmacists, and the
fuller range of health service providers at regional and at national level.” (p. 10)



1.4 Patient and Public Involvement (PPI)

Patient and Public Involvement (PPI) has increasingly been recognised as a critical in the
pursuit of more patient-centric and impactful research. This initiative recognizes that
patients and the public possess invaluable insights and perspectives that can enhance the
quality and relevance of research and, in the healthcare context, ensure that services
meet patient needs (Brett et al., 2014a; Dudley et al., 2015; Edgman-Levitan &
Schoenbaum, 2021; Sharma et al., 2017; Shippee et al., 2015). The involvement of
patients in research and healthcare design is not only a way of improving quality,
however, but a step towards democratizing the process and empowering communities
(Frith, 2023). This partnership reflects a marked departure from the paternalistic model
dominant in medicine and is at the heart of patient-centered care (Edgman-Levitan &

Schoenbaum, 2021; Taylor, 2009).

A number of initiatives have been established internationally to facilitate this
engagement. For example, in the United States, the Patient-Centered Research Institute
(PCRI) has placed significant emphasis on the active engagement of patients in
healthcare research (Frank et al., 2014). In the UK, the National Institute for Health
Research (NIHR) INVOLVE advocates for research to be created “with” or “by” users of
services, rather than “for”, “about”, or “to” them (INVOLVE, 2012). The Health Research
Board (HRB) and Irish Research Council (IRC) have played a pivotal role in advancing PPI
in Ireland by co-funding and supporting the nation’s PPl Ignite Network, which was
launched in 2021. The network aims to build capacity and promote meaningful and
sustained PPl across the Irish research landscape, and provides leadership, resources and
training to researchers (Health Research Charities Ireland, 2023). For example, it has co-
developed a Values and Principles Framework (2022) to guide effective and inclusive PPI,

emphasising core values like respect, trust, transparency and empowerment.

1.4.1 Patient Partnership in the HSE

The HSE recently published its Patient and Service User Partnership Plan (HSE, 2024), a
document representing the outcomes of a co-designed approach to partnership
embedded in the national approach to the aforementioned health regions. The plan
outlines a structured multi-tiered model of embedding partnership within the national

and regional frameworks of the HSE, establishing a Patient and Service User Partnership
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Council to contribute through designated representatives and working groups at various
levels, including Regional Executive Officers, Integrated Health Areas, Community

Healthcare, and Service Levels (Bonar & Johnston, 2024).

According to this plan,

“The continued focus on building a better health system must put in place the
building blocks for diverse, meaningful, and sustained patient and service user
partnerships recognising them as true partners in decisions about care, service
design, research, and governance. The agreed patient and service user
partnership structures should deliver on patient and service user’s preferences,
needs, expectations and values, while also cultivating an appropriate culture.”
(HSE, 2024, p. 8)

Thus, in line with patient-centred approaches and PPI, this HSE initiative seeks to ensure
that meaningful stakeholder input is integrated across all aspects of health service

planning and delivery.

1.5 Rationale and Thesis Structure

In the context of a transforming healthcare system and a growing emphasis on patient-
centred care, the overarching aim of this thesis is to provide a rich, multi-layered account
of the lived experiences of individuals with conditions that are chronic and poorly
understood in Ireland. The research programme embraces the collaborative ethos of PP,
capturing the voices of patients both as participants and co-creators, with a view to

identify targets for change in healthcare.
The structure of the remainder of this thesis is as follows:

Chapter 2 provides an overview of the foundational assumptions, methodological
approaches, and specific methods employed in the thesis as a whole and for individual
studies. The chapter introduces the multi-phase research design providing a detailed
account of each of the four interconnected phases along with PPl activities embedded

throughout.

Chapter 3 presents the results of a Systematic Literature Review (SLR) of qualitative
research conducted in Research Phase 1. It examines the experiences and perspectives

of individuals living with MUS while focusing on two exemplar conditions, ME/CFS and



FM, as well as that of healthcare practitioners. Together, the literature review serves to

provide a justification for subsequent research in the Irish context.

Attending to the knowledge-based stigma, Chapter 4 presents the results of a cross-
sectional survey conducted in Research Phase 2, exploring the perspectives, attitudes
and beliefs about ME/CFS and FM and their clinical management among adults familiar
with these conditions in Ireland. It also elicits appraisals of public and healthcare
professional knowledge and awareness of these conditions, and explores the perceived

challenges faced by individuals living with them.

Extending the research to poorly understood conditions more broadly, Chapter 5 focuses
on patient voices, providing an in-depth phenomenological account of their lived
experiences and healthcare journeys as part of Research Phase 3. The qualitative
research also explores the use of a specific method of life story interviewing, eliciting
participant reflections on this approach to research. The discussion focuses on the
transformative impact of chronic illness on individuals’ lifeworlds, with an emphasis on

the inter-relationship between personal and healthcare contexts.

Chapter 6 extends the research focusing on healthcare system improvement, with an
emphasis on collaborative problem solving. It presents the results of a focus group study
conducted as part of Research Phase 4, in which individuals with poorly understood
conditions were invited to propose improvements and recommendations for change. The
results outline a set of targets which could be addressed to improve patient satisfaction
with healthcare services in Ireland and improve the experiences of individuals with
poorly understood and multi-systemic conditions. These findings are discussed in relation

to integrated patient-centered care.

Further demonstrating commitment to PPI, Chapter 7 presents a worked example of
engaging patient contributors in collaborative data analysis, thereby highlighting the

potential for and value of PPl at this stage of the research cycle.

Chapter 8 triangulates the main empirical findings across each of the phases of research,
providing a multi-layered account of the lived experiences and needs of individuals with
poorly understood conditions in Ireland, with implications of research, limitations and

future directions for research discussed.
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Chapter 2. Methodology

This chapter provides an overview of the underlying philosophical assumptions,
approaches and methods used throughout the project, both as a whole and for individual
studies. The studies conducted were part of a multi-phase design, with Patient and Public
Involvement (PPl) embedded throughout, thereby putting the patient at the centre of
the research. Adopting a pragmatist approach with mixed methods, this research
illustrates how no single theoretical tradition or methodology can provide the perfect

understanding of complex phenomena.

2.1 Philosophical Underpinnings

This thesis adopts a pragmatist paradigm, employing both qualitative and quantitative
approaches to meet the research aims and objectives. It aligns with the pluralist
worldview, which assumes that there cannot be one, final, “true” account of a
phenomenon or experience, but rather, that different layers of meaning can be
uncovered by diversity of methods. By focusing on lived experiences and engaging
patients as partners, this work draws heavily on phenomenological philosophy and aligns

closely with the principles of action research.

2.1.1 Pragmatist Paradigm

Research paradigms are the foundational frameworks that inform and guide formal
scholarly inquiries, thereby influencing the direction and methodology of research, as
well as the interpretation of findings. Each research paradigm is characterised by its own
set of beliefs about the nature of phenomena and what it means to attain knowledge
about the phenomenon, in other words, the ontological and epistemological
assumptions (Crotty, 1998; Guba & Lincoln, 1994). These varied assumptions are often
reduced to contrasts between quantitative and qualitative methods of inquiry,
associated with the positivist and constructivist paradigms respectively (Jurich et al.,

2014; Poole et al., 2002)

The longstanding divide in academic discourse between positivism and constructivism
and/or interpretivism reflects two fundamentally different worldviews: one that relies on
objective observation and measurable facts, and another that embraces the subjective,

context-dependent and interpretative nature of human experience. Positivism, the
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dominant paradigm in the scientific community, is founded on the belief in an objective,
singular reality or “truth” which exists independently of the observer (English & Nielsen,
2023; Guba & Lincoln, 1994). Accordingly, assuming that reality is observable,
researchers within this paradigm employ quantitative methods which enable them to
measure, explain and predict this truth, thereby producing generalizable findings through
controlled and systematic investigation (Park et al., 2020; Teo, 2018). In contrast, the
constructivist and interpretivist paradigms posit that knowledge is subjective and
context-dependent, shaped by individual experiences and social interactions (Crotty,
1998; English & Nielsen, 2023; Shannon-Baker, 2016). The latter paradigms reject the
notion of a single, objective truth and prioritise the exploration of local truths and
multiple perspectives (Labonte & Robertson, 1996). Thus, research grounded in these
paradigms typically relies on qualitative approaches, such as case studies,
phenomenological or hermeneutic methods, and ethnographies, which facilitate in-
depth exploration of subjective meanings and experiences (Scotland, 2012). Along with
recognition of their merits, the assumptions and methods of each paradigm have been
subject to criticism, highlighting that while valuable, neither approach on its own can
fully capture complex phenomena. With its focus on objectivity and measurement,
positivism has largely been criticised for failing to account for the subjective experience
of people (English & Nielsen, 2023; Neuman, 2014; Park et al., 2020). Conversely, while
rich in depth and contextual sensitivity, the constructivist and interpretivist paradigms
are often critiqued for promoting relativism and lacking generalizability (Parker, 1999). A
pragmatist approach, employing mixed-methods, offers a middle ground in this

paradigmatic debate.

Pragmatism primarily considers beliefs and theory as being linked to one’s practical
engagement in the world rather than concentrating on the nature of reality. In other
words, instead of strict adherence to a specific paradigm of methodology, this
perspective focuses on practical outcomes; in other words, what “works” best in a given
context, or for answering specific research questions (Allen & Clough, 2015; Feilzer,
2010; Yardley & Bishop, 2017). Acknowledging the importance of both objective and
subjective understanding, this paradigm supports the development and use of mixed-
methods designs to leverage the strengths of both qualitative and quantitative methods

of inquiry (Alam, 2019; Frost & Bailey-Rodriguez, 2020; Tashakkori & Creswell, 2007).
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While some concerns have been raised about methodological pluralism, particularly
around the compatibility of differing ontological and epistemological orientations, Willig
(2022) contends that complementarity between approaches is important in studies
aiming for integration, rather than those demonstrating the various ways a phenomenon

can be understood.

2.1.2 Phenomenological Tradition

As mentioned, with its emphasis on lived experience, pragmatically oriented research
draws significantly on the phenomenological tradition. Phenomenology is a philosophy
and a research approach within the constructivist paradigm, and at most basic can be
described as an approach which focuses on understanding human experience, rather
than of the “reality” of things (Carel, 2011; Finlay, 2009; Guba & Lincoln, 1994). Although
views and emphases within phenomenology vary, it can be divided into descriptive
phenomenology articulated by Edmund Husserl (1900), and interpretative
phenomenology developed by Martin Heidegger (1927), the core distinction being their

respective emphasis on the "lifeworld" and "being-in-the-world”.

Husserl's lifeworld refers to the taken-for-granted realm of everyday lived experience,
while Heidegger's being-in-the-world highlights the inherent interconnectedness
between individuals and their lived experiences; that is, their existence as intertwined
with the world and not as alongside it (Davidsen, 2013; Finlay, 2009; Tuffour, 2017;
Willig, 2017, 2022). In practice, Husserl was concerned with identifying the “essence” of
phenomena through phenomenological reduction, which entails bracketing or
suspending one's natural attitudes and preconceptions during inquiry. Heidegger instead
posited that it is not possible to produce a pure description of experience, and that
description and understanding always involves a certain amount of interpretation. This
emphasis on hermeneutics, or the interpretation of meaning, is at the core of
Interpretative Phenomenological Analysis employed as part of this research, detailed in

Section 2.5.

The research also draws on Merleau-Ponty’s (1968, 1962) concept of embodied
interpretation. Merleau-Ponty’s interpretative position built upon Heidegger’s being-in-
the-world, emphasising that our lived experiences are inherently embodied. According to

this perspective, the body is not merely an objective physical body, but a “lived body”
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that is inextricably linked to our perceptions of the world. Pertinent to this research,
Merleau-Ponty emphasised that typically, the body functions as a transparent medium,
allowing us to engage with the world and its objects. With illness, this transparency is
disrupted such that the previously unobtrusive body demands attention. Carel (2011,
2021) writes extensively on how the interpretative phenomenological method, and
Merleau-Ponty’s embodied phenomenology offers a fruitful way of exploring how illness
changes the relationship between the body and the self, shifting focus from the body as
an object of biomedical inquiry. This position is adopted in the studies comprising this
thesis, which explore what it is like to live with poorly understood chronic illnesses, with

consideration for the different contexts lived and their temporal dimension.

2.1.3 Participatory Approach

As mentioned, the research comprising this thesis places the person at the centre of the
work. By engaging patients as partners in developing meaningful recommendations for
change in healthcare, it aligns with the values of action research and particularly the

participatory approach.

2.1.3.1 Action Research

Action Research is a family of approaches which share the core aim of producing
practical knowledge that is useful to people in everyday life (Reason & Bradbury, 2008).
Unlike traditional research models which involve individuals as participants or consultees,
such approaches involve stakeholders as collaborators, seeking to empower communities
and individuals to actively engage in problem identification and work towards positive
change (Bradbury, 2015; Macaulay et al., 1999). Though variations in specific
methodologies exist, such methods are characterised by a cyclical process of planning,
action, observation and reflection, which ensure that the research remains adaptive and
responsive to participants’ feedback. Participatory Action Research is a specific approach
within the action research frame that emphasises and enables the active involvement of
community members and stakeholders throughout the entire research process (Kemmis
et al., 2014; Kidd & Kral, 2005; Kindon et al., 2007). It acknowledges that expertise comes
in many forms and ensures that stakeholders have decision-making power not only in
problem and solution identification, but also in research co-design, execution, and
change implementation (MacDonald, 2012; Vescey et al., 2023).
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2.1.3.2 Patient and Public Involvement (PPI)

Given their focus on stakeholder engagement, collaborative learning and change, action
research approaches have become a leading method for research in healthcare (Cordeiro
& Soares, 2018; Kjellstrom & Mitchell, 2019). As discussed in Chapter 1, this is reflected
in the growing emphasis on Patient and Public Involvement (PPI) and the establishment
of initiatives like INVOLVE (2012) in the UK and PPI Ignite in Ireland (2022), which
advocate for research to be conducted "with" or "by" the people who use health
services. Generally, although levels of contributor involvement vary, the ambition is that
PPl partners contribute to all stages of research, including planning, design, execution,
and dissemination, thereby ensuring that the research addresses the needs and priorities
of those it aims to serve (Hovén et al., 2020; Ocloo et al., 2021). Although rapidly
expanding, however, PPl is still in its formative days as a normalised way of conducting
research in Ireland (Gilfoyle et al., 2022). The present research involves key stakeholders,
namely individuals with lived experience of poorly understood chronic illnesses, in
various capacities across the studies. This involvement encompasses problem
identification, study co-design and execution, collaborative data analysis, and review of

outcomes.

Several rationales for incorporating PPl in research broadly, and healthcare research
specifically, have been outlined throughout the literature (e.g., Boote et al., 2015). From
an emancipatory or moral standpoint, it has been argued that those most affected by
research outcomes should shape the research agenda, rather than leaving such decisions
to elite groups like researchers, funders and policy makers. PPl is therefore seen as a way
of democratising research, enabling more equitable power distribution and decision
making (e.g., Frith, 2023; Jackson et al., 2020; Pearce, 2021; Wynne, 2006). From an
epistemological stance, relatedly, it has been argued that PPl can help bridge the gap
between expertise in the form of lived experience, and academic expertise. Incorporating
diverse perspectives, which might challenge researchers’ assumptions, is seen as critical
for enhancing research relevance and quality, ultimately leading to more robust and
impactful outcomes (e.g., Brett et al., 2014b; Hovén et al., 2020; Staley & Barron, 2019).
Further, by promoting accountability, transparency and autonomy, PPI can also be seen

as a means of building trust and enhancing the ethical dimension of research.
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2.1.4 Reflexivity

The research was conducted with a reflexive approach, acknowledging positionality and
the potential influence of personal and professional experiences on the research process
and outcomes. The main researcher and thesis author has lived experience of poorly
understood syndromes and symptoms, which informed the research focus and provided
insights into the subject matter. Yet proximity to the subject matter necessitated careful
reflection to ensure academic rigor and minimise the influence of personal biases on the
interpretation of findings (Olmos-Vega et al., 2023; Palaganas et al., 2017). To this end,
reflective journals were maintained and revisited by the author to document thoughts
and decision-making processes, fostering ongoing critical self-awareness and recognition
of personal biases and assumptions, and their role in interpretation. Rigor was
maintained through the use of structured frameworks for data collection and analysis
and ensured through regular supervisory oversight. Certain analyses were conducted
with the help of research assistants who brought diverse perspectives to different phases
of the research. Acknowledged in each study, the research assistants were psychology
students without personal lived experience of poorly understood chronic illness, but had
an academic interest in health psychology, chronic iliness and healthcare more broadly.
As mentioned above, the involvement of PP| contributors in the research brought unique
but complementary perspectives to the research, shaped by their differing demographic

and health characteristics, life worlds and varied experiences with healthcare.
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2.2 Muti-Phase Design

The research conducted in this thesis followed a multi-phase design with four inter-
related phases of research, whereby each phase was used to inform the design of the
following study and further contextualise that which occurred prior. An overview of the
phases of research and studies within can be seen in Figure 2.1, with methods,
underpinnings and analytic approaches detailed below. As illustrated, the findings of

each phase fed into the design and objectives of subsequent studies.

Detailed in Sections 2.3 to 2.6, the involvement of stakeholders, specifically patients with
poorly understood chronic conditions in Ireland, was sustained through all four phases of
research. Their contribution shaped the research programme overall, and input at each
phase fed into the design and objectives of the studies at other phases. With regards to
study design, both methodological and analytic pluralism were employed, with
guantitative and qualitative methods to address research questions, thereby aligning
with the pragmatist philosophy. Rather than seeking to integrate findings across all
studies, the research within this dissertation sought to present layers of meaning

produced by plurality of methods.
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Figure 2.1

Multi-Phase Design of Research
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Note. PPl Contributors were involved in the conceptualisation, design and execution of studies, providing

ongoing feedback and input on the process throughout.
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2.3 Research Phase One

The first phase of research comprised of a systematic literature review and stakeholder
engagement, with the objective of identifying research needs and involving patients as

partners in the research.

2.3.1 Study One

The first study, reported in Chapter 3, sought to aggregate knowledge regarding the
experiences of patients and healthcare providers in the context of medically unexplained
symptoms and two poorly understood conditions, Fibromyalgia and ME/CFS. A
systematic review of qualitative research was conducted between August 2021 and June
2022, and completed in December 2022, to meet this aim. The Joanna Briggs Institute
(JBI) approach to meta-aggregation (Lockwood et al., 2020) was used to synthesise the
qualitative results of 143 qualitative and mixed methods studies, published between
2001 and 2021. Aligning with pragmatism of the thesis, this approach does not seek to
interpret findings nor generate theory, but rather, seeks to synthesise qualitative findings
in @ manner which maintains the original author’s meaning (Hannes & Lockwood, 2011).
The JBI Manual for Evidence Synthesis (Aromataris & Munn, 2020) and Preferred
Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) statement guided

the methodology and reporting of the systematic review.

2.3.2 PPI

Aligning with participatory values, Research Phase One involved extensive consultations
with individuals with lived experience of poorly understood conditions in Ireland. Initial
stages of PPl commenced in June 2021 and involved informal discussions with founders
and members of various patient support and advocacy groups, including Chronic Pain
Ireland, Rare Disease Ireland, the Irish ME Association, Fibromyalgia Ireland. This step
involved discussions around key challenges faced by patient groups and the possible
avenues of research, and recruitment of patient volunteers for a research panel. Across
various networks, and via referral by group members, ten patients expressed interest in

joining the panel and contributing to the design of research.

The first panel meeting was conducted online in September 2021. Eight patients living
with various conditions, including ME/CFS, Ehlers-Danlos Syndrome, Fibromyalgia, Long-
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COVID and Lyme Disease attended the two-hour online meeting, during which they were
asked about the key issues faced by patients in Ireland, as well as their perspectives on
possibilities for change. Group members were asked about research needs in the area,
including the core topics, and discussed possible ways of investigation. A mind map of
concerns raised during the discussion was created following the meeting and shared with
the panel members for feedback. Topics discussed included issues related to the patient
journey, the personal impact of illness, terminology used, research-related challenges,
and gender-based stereotypes. Four patients attended a second one-hour online
meeting in January 2022, which was arranged to discuss progress on and preliminary
trends identified in the systematic literature, and to discuss targets for the next phases of
research. The remainder of panel members found online meetings too taxing and

expressed a desire for further communication via email.

Across these activities, PPI contributors identified stigma, disbelief and invalidation, in
both social and healthcare settings, as an initial target for research, highlighting the lack
of recognition for the struggles of this patient group in Ireland. Recounting their personal
experiences, they suggested that such issues likely arise from inadequate biomedical
knowledge and poor understanding of the challenges associated with conditions that
have been deemed “psychosomatic” or “medically unexplained”. Given the lack of
research and basic data on these conditions in Ireland, it was agreed that the initial step
should explore public awareness and knowledge, and that this could be achieved through
an online survey within the constraints of the COVID-19 Pandemic. Contributors also
expressed dissatisfaction with healthcare services and their journeys through the system,
raising concerns regarding diagnosis, treatment and care coordination, as well as
scepticism regarding the medical education and training of healthcare professionals
regarding these conditions in Ireland. Other significant issues concerned the lack of
electronic patient health records, lack of services and supports for patients with rare or
undiagnosed conditions, as well as the financial implications of having to seek care
abroad. These concerns aligned with results of the systematic literature review, and

provided a foundation for Study 2, 3, and 4.
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2.4 Research Phase Two

The second phase of research, informed by outcomes of Phase 1, comprised of a mixed-
method survey and ongoing collaboration with PPl contributors, with an overall objective

of grounding the research in the Irish context.

2.4.1 Study Two

The second study sought to explore the knowledge, understanding and perspectives of
adults in Ireland on two poorly understood conditions, ME/CFS and FM, as well as their
appraisal of public and clinician knowledge. A cross-sectional, anonymous, mixed-
method online survey was conducted between May 2022 and January 2023 to meet this
aim. While the survey was intended to reach a broad population sample, knowledge and
understanding were of primary interest. Thus, data collection procedures were designed
to collect the responses of individuals who were aware of ME/CFS and FM, thereby
ensuring that responses were directly relevant to these conditions. In alignment with
pluralist ontology, the survey included categorical and open-ended questions, and
utilised quantitative and qualitative methods of analysis, outlined below. Chapter 4
(Section 4.2) provides further detail of the design, procedure and specific methodology of

Study 2.

Briefly, survey participants completed a series of questions concerning their
demographic characteristics, self-rated health literacy and questions pertaining to their
beliefs, knowledge and understanding of ME/CFS and/or FM. As the study sought the
perspectives of individuals on these two conditions, only participants who indicated
knowing of the condition could proceed to the relevant questions. These participants
were asked a series of multiple-choice and Likert-scale type questions concerning their
perspectives on each condition, randomised automatically to reduce order effects and
potential response bias. Categorical questions concerned their attitudes and beliefs,
ratings of own knowledge and understanding, ratings of public and healthcare
professionals” knowledge and awareness. An open-ended question asked participants
what they perceived to be the challenges faced by individuals living with the relevant

condition.
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2.4.1.1 Exploratory Analysis

Participants’ responses to categorical questions were analysed descriptively with non-
parametric statistics. Chi-squared tests of independence conducted to explore
associations between participants’ beliefs, ratings of knowledge and understanding, and
personal factors. Bonferroni adjustments were applied to account for multiple

comparisons and effect sizes calculated.

2.4.1.2 Inductive Thematic Analysis

Participant responses to the open-ended question were analysed thematically by the
author and research assistant, using NVivo 12 Plus Software. Thematic analysis, as
described by Braun and Clarke (2006, 2021a) is a versatile approach to qualitative data
analysis, which seeks to identify, describe and interpret themes within a dataset without
being tied to a specific epistemological or ontological framework. As emphasised by the
authors, this does not mean that Thematic Analysis is atheoretical; rather, it can be
applied across a range of paradigms and frameworks (Clarke & Braun, 2017). Within
thematic analysis, themes can be generated either inductively or deductively, with the
former being primarily data-driven and latter drawing on pre-existing theoretical
frameworks or pre-conceptions (Braun & Clarke, 2006; Nowell et al., 2017). An inductive
approach was selected in line with the exploratory stance, the six steps of which are

detailed in Section 4.2.5.2 of Chapter 4.

In parallel with the quantitative constructs of reliability and validity, credibility and
trustworthiness in thematic analysis were sustained by drawing on the work of Lincoln
and Guba (1985) and pragmatic guidelines provided by Nowell et al. (2017). The
following steps were implemented to sustain methodological rigor: (i) NVivo software
was used to maintain a decision trail, documenting the evolution of themes; (ii) a
codebook was devised, ensuring coding consistency; (iii) inter-rater reliability was
assessed using Cohen’s kappa; (iv) triangulation methods were employed to mitigate
potential bias in data extraction and analysis, whereby researchers performing the
analysis had different levels of experience with chronic illness and themes were reviewed

by the patient panel.
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2.4.2 PPI

Based on the needs identified in Phase One, and initial suggestions regarding survey
content, the author devised a mixed-method survey concerned with public perceptions
of two poorly understood conditions, ME/CFS and FM. PPI contributors were consulted
with regards to the design and content of the mixed-method survey. They made
suggestions for improvement with regards to phrasing and appropriate terminology, and
their feedback was discussed and integrated into the study. For example, contributors
highlighted the issue of a distinction between chronic symptoms and syndromes,
emphasising that people incorrectly assume “chronic fatigue” is synonymous with
“ME/CFS”. This distinction was maintained in the survey by the inclusion of questions
regarding familiarity with both terms. PPI contributors were also involved in
dissemination of the survey among their personal networks, thereby assisting with

snowball sampling.

While ongoing panel meetings were unfeasible for those with energy-limiting conditions,
informal virtual meetings were arranged with patient advocates from various groups and
charity organisations, including Rare Ireland, the Irish ME Association, Chronic Pain

Ireland, and the Irish EDS and HSD Group. Preliminary results of Study 2 were shared, and

discussions culminated in the parallel design of Study 3 and 4.
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2.5 Research Phase Three

Drawing on outcomes of Phase 1 and 2, the third phase of research sought to provide a
rich account of the lived experiences of individuals with poorly understood conditions,

including an exploration of their journeys with the healthcare system.

2.5.1 Study Three

Study three was a qualitative study conducted in July and August of 2023, involving in-
depth interviews using the Life Grid approach. The study is rooted in the interpretative
phenomenological tradition which placed emphasis on the situated and embodied
nature of experience. Aligning with the pragmatic stance, analytic pluralism was
employed, whereby data generated through the interviews and the content of Life Grids
were analysed in three ways: phenomenologically, to explore lived experiences;
descriptively, to examine patterns in patient journeys; and thematically, to assess the
application of the Life Grid tool. Study three, including a detailed account of the
interview structure and procedure, is presented in Chapter 5, with the Life Grid approach

and three methods of analysis outlined below.

2.5.1.1 The Life Grid Interview

The Life Grid is an interview tool which captures information about participants’ life
experiences in a chronological, visual format. The tool was originally devised for
quantitative health research with older adults, with the aim of addressing issues of recall
validity (Berney & Blane, 1997). Later, it was adapted for qualitative research on smoking
behaviour by Parry et al. (1999) who employed it not only as a tool for data collection but
as a means of facilitating the interview itself. The procedure includes the collaborative
construction of a grid which comprises of time intervals on one axis and domains of

interest on the other. This is completed and discussed throughout the interview.

Although studies employing the Life Grid are scarce, the limited literature demonstrates
its application in exploring individuals’ experiences across diverse contexts. For example,
the method has been used to explore young people’s experiences of parental substance
abuse (Wilson et al., 2007) and psychotic illness (Ballal et al., 2021), to explore the
experiences of individuals with chronic pain (Richardson et al., 2009), to investigate

family meals over a life-time (Harrison et al., 2011), how nursing graduates promote their
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psychological well-being (Zhou et al., 2023), and to explore the benefits of recording
biographical stories on life grids for comparative European educational research (Abbas

et al., 2013).

This method was considered particularly suitable for this research due to its ability to
capture both the situated and temporal dimensions of experience, thus providing a
holistic account of the experience of living with chronic illness. The handful of studies
employing life grids have praised the flexibility and participatory nature of the tool,
noting that it fosters relationality between interviewer and participant, promotes
engagement, empowers participants to pace and structure the interview, and can
therefore aid in the discussion of sensitive topics (Parry et al., 1999; Richardson et al.,
2009; Wilson et al., 2007). Ballal et al. (2021) also reported participants’ positive
feedback on the method, which was regarded as capturing a holistic account of their life.
Where participants are distracted or breaks are needed, the visual anchoring of events
enables the participant to easily return to the story, and the researcher to redirect
conversation back to the interview (Harrison et al., 2011; Richardson et al., 2009). As
suggested by Richardson et al. (2009), the interview approach might therefore be
particularly suitable for interviewing participants with chronic conditions, where

symptom fluctuations over time are a key feature.

Despite its merits, several challenges related to the Life Grid interview have been noted,
though these mirror the caveats of narrative approaches more generally. For example,
narrative interviews can be hard to predict with regards to their length and the potential
emergence of sensitive or unexpected material, thus requiring good rapport and
interviewer skill (Anderson & Kirkpatrick, 2015). Richardson et al. (2009) note that the
length of the Life Grid interview can be a challenge in the context of prolonged illness.
Harrison et al. (2011) and Nico (2016) also point out that the method cannot ameliorate
all the limitations inherent in collecting life histories; the authors note that retrospective
data and biographical memories are often faulty, and it is not possible to evaluate to
what extent the memories are a “true” rendering of experience. Finally, while the
method facilitates the collection of both qualitative and quantitative data, available
studies provide little guidance on how the spoken narrative and visual content can be

integrated beyond description.
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2.5.1.2 Interpretative Phenomenological Analysis

Interpretative Phenomenological Analysis (IPA), the first analytic method, was used to
explore the life stories and experiences of participants as captured through in-depth
interviews. IPA is an established qualitative method of inquiry, concerned with the
detailed exploration of personal lived experience, examined on its own terms with a
focus on meaning making (Smith, 2019; Smith et al., 1995, 2009). Detailed guidelines on
conducting IPA exist (e.g., Eatough & Smith, 2017; Smith et al., 2009; Willig, 2017) and

the steps of the approach are detailed in Chapter 5, Section 5.2.4.3.

The two commitments of IPA are the phenomenological requirement to “give voice” to
participants, and the interpretative requirement to “make sense” of this in relation to the
wider social, cultural, psychological and theoretical context (Larkin et al., 2006; Tuffour,
2017). The method was chosen as a suitable analytic approach in the current study,
which seeks to explore interviewee’s life stories, with a focus on their lived experiences

of health and illness in personal, social and healthcare contexts.

A core assumption of IPA is the impossibility of gaining direct access to the research
participants’ life world. As a result, the analysis produced by the researcher is always the
interpretation of the participants’ experience, that is, it involves a double hermeneutic
(Smith et al., 2009). In recognizing the interpretative role of the research, IPA does not
advocate the use of “bracketing” but encourages the researcher to reflect on their
presumptions and to arrive at an insightful interpretation through an iterative process of

analysis (Biggerstaff & Thompson, 2008; Finlay, 2009).

Smith et al. (2009) discuss several methodological considerations which guided the
design of Study 3. The authors emphasise that “good” IPA concerns matters of existential
importance to participants, including situations in which they are prompted to reflect on
such concerns in an attempt to make sense of their meaning, as in the case of illness.
Further, IPA studies typically involve semi-structured or in-depth interviews and small
sample sizes, ranging from single case designs to up to thirty participants, with the norm
being towards the lower end of approximately six participants (Reid et al., 2005; Smith et
al., 2009; Willig, 2022). Large samples are considered inappropriate in light of the

idiographic commitment of IPA to deeply exploring phenomena through the lens of
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particular individuals, which stands in contrast to the nomothetic focus of psychology

(Pietkiewicz & Smith, 2014).

Furthermore, although the hermeneutic focus is the key feature of IPA, the subjectivity
inherent in interpretation has raised some concerns regarding evaluating the quality of
research (Willig, 2017). According to Smith’s (2011) ranking system, “Good” studies
should exhibit sensitivity to context, commitment to and rigor in data engagement,
transparency in documenting research stages, coherence in narrative development, and
a double hermeneutic focus that aims for meaningful interpretation. Nizza et al. (2021)
more recently highlighted four markers of high-quality IPA: constructing a compelling
narrative, developing an experiential or existential account, close analytic reading of
participants' words, and attending to convergence and divergence. These guidelines

informed the conduct and write up of Study 3.

2.5.1.3 Descriptive Life Grid Analysis

Data concerning the participants’ healthcare experiences over time were extracted from
the Life Grid tool. Aligning with the phenomenological focus, the content of the Life Grid
was accepted as the participant’s truth regarding their healthcare journey. This content
was visualised to map out the individual patient journey. Extraction of data drew on the
scoping review by Davies et al. (2023) which highlights that visual journey mapping can
provide insights into care touchpoints, continuity and transitions, which can highlight
barriers and facilitators to care in the health system. The exploratory visual mapping

applied is detailed in Section 5.2.4.2.

2.5.1.4 Reflexive Thematic Analysis

Data concerning participants’ experiences of the Life Grid interview were analysed
thematically using NVivo 12 Plus software, specifically employing the reflexive approach
(Braun & Clarke, 2021b). Unlike the inductive approach employed in Study 2 and
described in Section 2.4.1.2 above, Reflexive Thematic Analysis encourages the
researcher to reflect on how their positionality and worldviews may be shaping the
interpretation of data (Braun & Clarke, 2019). Here, the analysis is assumed to reflect the
researcher’s interpretation, which is shaped by the dataset, theoretical assumptions of
the analyst, as well as their analytical skill. This aligns with the phenomenological position

of Study 3, as well as the pragmatist philosophy underlying the research as a whole.
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As noted previously, analysis followed the six-step process and is detailed in Chapter 5,
Section 5.2.4.4. Data were coded by two analysts, but unlike in the inductive approach,
no codebook was devised and emphasis was placed on sense-checking, rather than inter-

rater reliability as per Cohen’s kappa.

2.5.2 PPI

As mentioned, consultations with patients in Phase One and Two of research
underscored a need to examine the healthcare experiences, and patient journeys, of
individual with poorly understood conditions in Ireland. Following discussions regarding
design, ethical approval for Study 3 and 4 was sought by the author. One patient
contributor expressed interest in piloting the method of Study 3, engaging in a pilot
interview. Their feedback regarding the interview process, including question phrasing
and presentation, was incorporated into the design. In this process, several possible
challenges were identified, including issues related to font size, potential memory
difficulties, and participant fatigue during the interview. Thus, the interview procedure
was modified to enable participants to prepare in advance of the meeting. Following this,
patient contributors from the original panel and those engaged in leading online support
groups assisted in the recruitment of participants for Study 3, sharing information about

the study among their personal networks.
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2.6 Research Phase Four

The aim of the fourth phase of research was to identify targets for improvement with
regards to the healthcare system, and to involve patients in developing

recommendations for change.

2.6.1 Study Four

Study 4 was a qualitative study centered around collaborative problem solving, thus
aligning with both pragmatism and action research. Online focus groups were conducted
between September and December of 2023, with individuals living with chronic poorly
understood conditions being invited to discuss their healthcare experiences, needs and
recommendations for change. Two patient partners who did not participate in the
groups were involved in collaborative data analysis. Qualitative data were analysed using
the Framework Approach, and analysis supplemented by exploring group dynamics
through sociograms. Study 4 is reported in Chapter 6, while Chapter 7 reports on patient
involvement in the co-analysis process. The focus group method, including
considerations for design, is outlined below along with the analytic methods applied in

the study.

2.6.1.1 Focus Group Design

Focus groups are a research method chosen for their well-established ability to facilitate
in-depth discussion and provide a comprehensive understanding of diverse viewpoints.
The approach involves engaging a small number of people from a target population,
typically between four and 12 individuals, in a group discussion 'focused' around a
particular topic or issue (Krueger & Casey, 2014; Wilkinson, 2004). A popular tool in
healthcare research, focus groups have been used, among others, to glean patients’
experiences of health and illness (Kitzinger, 2013; Wilkinson, 1998), to develop
recommendations for patient-centered care (e.g., Nyhof et al., 2020), to develop feasible
interventions (e.g., Versele et al., 2022) and in health promotion messaging (e.g., Thai et
al., 2019). The approach was therefore chosen to capture the diversity of perspectives
among individuals with poorly understood condition, with the view of developing

meaningful recommendations for change in healthcare.
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An advantage of this approach over individual interviews is the ability to capture the
dynamics between participants, which can reveal how opinions are formed, challenged,
and reinforced. Within this social setting, individuals can explore and challenge their
“held truths”, co-construct meanings and narratives about topics, or develop solutions
for problems (Belzile & Oberg, 2012; Duggleby, 2005; Lehoux et al., 2006) making the
method particularly suitable for action research. However, this also raises challenges
with regards to choosing the unit of data analysis (Fern, 2001). While some researchers
prioritise the analysis of interview content, others point to a need to account for social
aspects, exploring issues such as social influence, power, group cohesion, peer validation,

and conflict within the focus group dynamics.

Several other methodological considerations informed the design and analysis of Study 3.
Available literature provides extensive guidance on focus group design, highlighting the
impact of factors like the research setting, group task, group cohesion and moderator
characteristics on outcomes (e.g., Fern, 2001; Stewart et al., 2007). For example, with
regards to group moderation, it is recommended that moderators possess neutrality,
strong facilitation skills, as well as sufficient knowledge about the topic to guide the
conversation in meaningful ways (Krueger & Casey, 2014). With regards to group
features, homogeneity is recommended, and participants are recruited based on shared
characteristics or experiences in relation to the research question. This can help foster a
sense of belonging, thus encouraging participants to engage in more open and cohesive
discussions (Plummer-D’Amato, 2008). Concerns regarding the quality of interactions in
groups conducted virtually, as opposed to in-person, have also been raised (e.g., Bolin et
al., 2023) though studies typically suggest that online groups provide a valuable
opportunity to reach populations whose participation is limited by social barriers, time or

travel distance (Stewart & Shamdasani, 2017; Tran et al., 2021).

2.6.1.2 Framework Analysis

Focusing on discussion content, qualitative data were analysed using the Framework
Approach (Ritchie & Spencer, 1994). This approach, which was initially developed to
produce actionable insights in applied policy work, has become a well-established
method in multidisciplinary healthcare research (Furber, 2010; Parkinson et al., 2016;

Ward et al., 2013). Recognised for its methodological rigor and flexibility, it facilitates the
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systematic organization and comparison of different data types, such as observational
data, policy documents, case studies, as well as data from interviews and focus groups
(Goldsmith, 2021). As discussed by Gale et al. (2013), the method holds advantages of
both deductive and inductive approaches, making it suitable for answering specific
questions as well as allowing for the development of new ideas. The steps of Framework

Analysis are discussed in Chapter 6, Section 6.2.3.1.

2.6.1.3. Interaction Analysis

In addition to analysis of spoken content, sociograms were constructed to explore the
interactions between participants in the focus groups. The Sociogram is a quantitative
and visual tool which can be used to examine relationships between different group
members, as well as group structure and dynamics (Huang et al., 2006). When used
alongside transcribed data, sociograms enable researchers to ‘see’ group processes and
who is shaping and dominating group discourse (Baiardi et al., 2015). The analytic
procedure adapted the methods devised by Drahota and Dewey (2008), focusing on the
flow of conversation between group members. The visualisations were used to reflect on
issues of dominance, thereby providing insights about the recommendations generated

by the groups.

2.6.2 PPI

The research conducted in Research Phase Four reflected a culmination of insights and
ongoing inputs from phases one to three of research, which together pointed to a need
for improvement in the healthcare system. While previous stages involved consultations,
co-design and feedback on outcomes, the most significant PPI activity in Study 4 was the
involvement of two PPl contributors in collaborative data analysis and interpretation.
These contributors, with different types of lived experience, were previously uninvolved
in the research programme. Given the lack of clear guidance regarding PPl in the analysis

stage, a worked example along with key learnings and reflections is detailed in Chapter 7.
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Chapter 3. Study One

Systematic Literature Review

3.1 Introduction

Fibromyalgia (FM) and Myalgic Encephalomyelitis/Chronic Fatigue Syndrome (ME/CFS)
are complex, debilitating syndromes with a poorly understood pathophysiology and lack
of curative treatment. Both are considered syndromes with medically unexplained
symptoms (MUS; Baloh, 2020; Luty, 2018), and include symptoms of chronic pain, fatigue
and cognitive dysfunction (Carruthers et al., 2011; Rahman et al., 2014; Wolfe et al,,
2016). While these are distinct syndromes (Abbi & Natelson, 2013), they are often
considered in tandem due to high rates of co-occurrence and similar symptom profiles
(Mckay, Martin, et al., 2021; Mckay, Walker, et al., 2021; Ramirez-Morales et al., 2022).
Suboptimal management is well-documented, with ME/CFS (Geraghty et al., 2019;
Geraghty & Blease, 2019) and FM (Wilson et al., 2022) patients reporting dissatisfaction

with the quality of medical care received.

Statistics on the prevalence and incidence of ME/CFS in Europe are scarce (Estévez-Lopez
et al., 2020) though an estimated 1.7 to 3.38 million patients are diagnosed in the United
States (Valdez et al., 2019). FM occurs in 2-4% in the general population (Hauser et al.,
2015a; Sarzi-Puttini et al., 2020) and up to 6.8% in women (Marques et al., 2017). Like
other chronic illnesses, FM and ME/CFS are associated with significant individual and
familial distress, often leading to socio-occupational disability and poor health-related
quality of life (Ghavidel-Parsa et al., 2015; Pendergrast et al., 2016; Valdez et al., 2019;
Van Houdenhove et al., 2002, 2010). Profound effects on mental health are well-
documented, including increased suicidal ideation and suicide attempts (Pederson, 2020;
Pederson et al., 2017), with some literature suggesting that relative to the general
population, individuals with FM and ME/CFS are at an elevated risk of suicide mortality

(e.g., Gill et al., 2021; Roberts et al. 2016).

Debates about classification, terminology and diagnosis characterise the MUS, FM and
ME/CFS literature. Against the backdrop of evidence-based medicine, the phenomenon
of uncertainty at the core of “unexplained” iliness poses significant conceptual and
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practical challenges (Eriksen et al., 2013; Evans & Trotter, 2009; Han et al., 2019; Kim &
Lee, 2018). For example, uncertainty regarding aetiology and difficulty detecting
pathology with routine clinical testing has led many clinicians to contest these illnesses or
conclude that they are psychosomatic (Baloh, 2020; Bransfield & Friedman, 2019;
Swoboda, 2008). Questions have been raised about the nosology and clinical utility of the
term MUS (Greco, 2012; O’Leary, 2018; Scott et al., 2022; Tack, 2019), with patients
considering such labels dismissive (Creed et al., 2010). Similar issues have been raised in
the context of FM and ME/CFS (Lim & Son, 2020; Natelson, 2019). However, while FM
and ME/CFS technically remain medically unexplained, extensive progress has been
made in the search for biomarkers of these conditions (Hackshaw & Yen, 2021; Maksoud
et al., 2020; Martinez-Lavin, 2021; Missailidis et al., 2019; Ryabkova et al., 2019; Sarzi-
Puttini et al., 2020; Sotzny et al., 2018). At time of writing this review, renewed interest
has emerged in the wake of the SARS-CoV-2 pandemic: not only are there remarkable
similarities between Long-Covid and ME (Davis, 2021; Komaroff & Bateman, 2021;
Mackay, 2021; Wong & Weitzer, 2021), some evidence suggests that FM may emerge as
part of the post-Covid syndrome or Long-Covid (Gavrilova et al., 2022; Mathkhor et al.,
2022; Ursini et al., 2021).

As discussed in Chapter 1, as medical science continues to make headway, thereis a
growing impetus to draw on the experiential knowledge of individuals with lived
experience of illness, involving patients and the public in healthcare-related research and
service co-design (Caron-Flinterman et al., 2005; Sacristan et al., 2016; Sharma et al.,
2017). This partnership reflects a marked departure from the paternalistic model
dominant in medicine, and is at the heart of integrated, person-centered care (Edgman-
Levitan & Schoenbaum, 2021; Taylor, 2009; World Health Assembly, 2016). Shared
decision-making is the pinnacle of patient-centered care (Bauman et al., 2003; Institute
of Medicine, 2001; Thomas et al., 2020; Tonelli & Sullivan, 2019) as it exemplifies the
collaborative nature of healthcare decision-making and ensures that patients have an
active role in shaping their treatment plans based on their unique values and

preferences.

Given that the needs and priorities of patients and clinicians often differ (Crowe et al.,

2015; Stewart et al., 2011), it is imperative to understand the experiences and
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perspectives of both stakeholders. Previous qualitative reviews have typically adopted a
single syndrome approach or explored patient or clinician perspectives (e.g., Crowe et al.,,
2017; Fennell et al,, 2021; Johansen & Risor, 2017; Mengshoel et al., 2018; Pheby et al.,
2021; Polakovska & Rihacek, 2022). It appears that only Anderson et al. (2012) explored
patient-specific, physician-specific and intersecting themes, but the scope of their review
was limited to ME/CFS research. More recently, Polakovska and Rihacek (2022) reviewed
qualitative studies concerned with medically unexplained physical symptoms (MUPS), an
umbrella term which may technically encompass FM and CFS. However, FM and ME/CFS

were not included as search terms due to the volume of literature generated.

3.1.1 Objectives

The objective of this review is to aggregate available evidence regarding the experiences
of (i) individuals with MUS, FM and ME/CFS, hereinafter collectively referred to as
Persons with Conditions (PwC), and (ii) healthcare practitioners (HCPs) working with PwC.
In line with systems perspectives on health and healthcare (Bergeson & Dean, 2006; Kriz,
2013; Lipsitz, 2012; Sturmberg et al., 2010, 2014) the review is underpinned by the
position that both patients and clinicians are integral pieces of the dynamic healthcare
landscape. By aggregating findings from both perspectives, unique and shared
experiences which arise in the context of medical uncertainty can be identified, which
can in turn inform recommendations for practice. As discussed in Chapter 2 (Section 2.2),
the review was conducted as part of Research Phase One, occurring in parallel with
stakeholder engagement, with an overall aim of identifying trends, research needs and

objectives for further studies.
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3.2 Methodology

A systematic review of qualitative research was conducted using the Joanna Briggs
Institute (JBI) approach to meta-aggregation (Lockwood et al., 2020). Underpinned by
the philosophy of pragmatism (Hannes & Lockwood, 2011), this approach seeks to
generate a descriptive mapping and categorization of findings across a comprehensive
range of studies, highlighting commonalities rather than discrepancies (Lockwood et al.,
2015; Lockwood & Pearson, 2013; Munn et al., 2021; Sim & Mengshoel, 2023). Notably,
the approach seeks to synthesise qualitative findings while maintaining the original

authors’ intended meaning: that is, it does not seek to interpret nor generate theory.

The JBI Manual for Evidence Synthesis (Aromataris & Munn, 2020) and Preferred
Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) statement were
employed to guide the methodology and reporting of this systematic review. Confidence
in synthesised findings was established using the ConQual approach (Munn et al., 2014)
for meta-aggregative qualitative systematic reviews. The review protocol was registered

in PROSPERO (Registration Number: CRD42021248028).

3.2.1 Search strategy

Searches were conducted in May 2021 in the following electronic databases: PubMed,
Psycinfo, ScienceDirect, CINAHL, Scopus, ProQuest Dissertations & Theses. An initial
search was conducted across all selected databases to consult key literature and identify
search terms. A comprehensive search was conducted using free-text and MeSH terms
combined with Boolean operators. The following terms and their variations were used: (i)
Fibromyalgia, (ii) Chronic Fatigue Syndrome/ Myalgic Encephalomyelitis (iii) MUS (iv)
Experience and (v) Qualitative research. A sample of the search strategy used is available

in Appendix Al.

Definitions from the International Classification of Diseases [ICD-11] (World Health
Organization, 2018) were adopted, whereby FM is a Primary Chronic Pain Disorder and
ME/CFS is recognised as neurological condition (Post-Viral Fatigue Syndrome). However,
variations in terminology for MUS, FM, and ME/CFS were included to account for
evolving diagnostic criteria and conceptual differences between the included studies. It

was assumed that medically unexplained symptoms and syndromes are those which
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have not yet been adequately explained by medical science and are therefore
characterized by a high degree of uncertainty. The choice to include MUS was driven by
the use of this label as an umbrella term in the literature, rather than reflecting the

researchers’ assumptions about the aetiology of included conditions.

3.2.2 Eligibility criteria

Inclusion and exclusion criteria were based on a PICo (population, phenomena of interest
and context) framework for qualitative research synthesis (Lockwood et al., 2015).
Published, peer-reviewed qualitative and mixed-methods studies exploring the
perspectives of PwC and/or HCPs involved in their management were considered, as
were grey literature in the form of dissertations and theses. The phenomena of interest
were: (i) the lived experiences, attitudes, beliefs, and challenges faced by PwC, including
their needs and experiences related to healthcare; and/or (ii) the experiences, beliefs,
and attitudes of healthcare professionals, including any practical challenges and direct
experiences of consulting, diagnosing, and managing PwC. Chronic pain and fatigue were
the primary focus, both of which present in FM and ME/CFS. No limitations on context

with regards to cultural background, country, setting were applied.

Only full-text, English-language studies published between March 2001 and March 2021
were eligible for inclusion. Studies were excluded if they did not report the views of PwC
or HCP, or involved older adults (aged 85+), patients in palliative care, or medical
students. Single case studies, systematic reviews and quantitative-only mixed methods

studies were excluded.

3.2.3 Study Screening and Selection

All records retrieved were imported into Zotero, with duplicates electronically removed.
Two reviewers independently reviewed titles and abstracts to identify studies meeting
inclusion criteria. Both reviewers were doctoral researchers in Psychology, the author
having lived experience of chronic, poorly understood illness, the other (IG) a trained
nurse with clinical experience. Full-text articles were retrieved for the chosen studies and
where abstracts were insufficient to determine inclusion. These were reassessed
independently by reviewers and included or excluded as appropriate. Any disagreements

were resolved by discussion or a third reviewer from the supervisory team.

36



3.2.4 Quality Appraisal

The JBI Qualitative Assessment and Review Instrument (QARI) Critical Appraisal Checklist
(Lockwood et al., 2020) was used to assess the methodological quality of all included
studies by two independent reviewers, with any disagreements resolved through
discussion. In accordance with the JBI Protocol (Lockwood et al., 2020), all qualitative
studies were initially ranked as High on a scale of high, moderate, or low on
methodological quality (see Lockwood et al., 2015). Studies were not excluded based on
the initial ranking as doing so could have led to omissions of potentially valuable content

in grey literature.

3.2.5 Data extraction and synthesis

The methods of data extraction and synthesis in JBI Meta-Aggregation have been
described extensively elsewhere (Hannes & Lockwood, 2011; Lockwood et al., 2015;
Lockwood & Pearson, 2013; Munn et al., 2014) and are presented in Figure 3.1. Briefly,
data extraction includes (i) study characteristics and (ii) study findings, defined as a
verbatim extracts of the primary study authors” analytic interpretation. Findings are
accompanied by illustrations in the form of participant voice, field-work observations or
other supporting data (Lockwood et al., 2015). A level of Credibility (Unequivocal,
Credible, Not Supported) is allocated to each finding based on the perceived degree of
support offered by the associated illustration (Lockwood et al., 2020). Synthesis involves
a three-step process in which extracted findings are grouped into categories, and
categories aggregated to produce a set of synthesised findings. Unsupported findings are
not included in synthesis. Grouping of findings into categories, and categories into

synthesised findings, is based on similarity of meaning (Lockwood et al., 2015)

Descriptive data from included studies were assembled using the JBI QARI Data
Extraction for Qualitative Research Form (Lockwood et al., 2020). This included
publication details, population characteristics, phenomena of interest, study design,
methodology and qualitative research methods used, context and geographical setting,
and the authors’ conclusions. The primary reviewer identified and extracted relevant

findings from each study and assessed finding Credibility.
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The units of extraction were the themes and subthemes generated by the author of each
primary study, accompanied by participant quotes. Where unavailable, themes were
generated by repeated reading of results and data supporting those findings. The first
reviewer grouped findings into categories based on meaning, which were then
aggregated to produce an overarching synthesised finding. Findings were expressed as

indicatory statements and were finalized by consensus between the reviewers.

The level of confidence in each synthesised finding was established using the ConQual
approach (Munn et al., 2014), whereby each paper is initially ranked on a scale of High to
Very Low, with qualitative papers initially ranked High, and then graded for Dependability
and Credibility (See Figure 3.1). Dependability is assessed by evaluating each study with
regards to five questions on the JBI QARI Critical Appraisal Checklist (Lockwood et al.,
2020). The rating is downgraded when included studies do not meet at least 4 of the 5
appraisal criteria. Credibility level is determined by the credibility ratings of the individual
findings within the synthesised finding. For mixed Unequivocal/Credible ratings,

credibility is downgraded by 1 level. Otherwise, the credibility remains unchanged.
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Figure 3.1

The meta-aggregative approach to qualitative evidence synthesis.
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3.3 Results

3.3.1 Study selection

The database search identified 7208 records (Figure 3.2). One hundred and eighty-six
studies remained after adjusting for duplicates and screening titles and abstracts. Four
full-text records could not be retrieved. One hundred and eighty-two full-text articles
were assessed for eligibility. Thirty-nine full-text articles were excluded, 23 of which were
deemed out of scope for this review. Other reasons for exclusion were wrong primary
outcome(s); qualitative data insufficient or not provided; mixed pain aetiology, including
medically explained pain; incorrect design; and repetitive publication. In total 143 papers
were included in the meta-synthesis. For ease of reading, the included papers included in
the study are labelled numerically (1-143), with the corresponding references presented

in Appendix A2.
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Figure 3.2

PRISMA flow diagram
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3.3.2 Study characteristics

The characteristics of included studies are presented in Appendix A3. Most concerned
FM (n=81), followed by ME/CFS (n=32) and MUS (n=29), while four concerned patients
with FM and ME/CFS (93-96). Studies exploring the PwC perspective were most frequent
(n=112), 49 of which involved female-only participant samples (Table 3.1). Only six
studies explored the illness experience of males, though three of these included the
same participants (74,102—-104,119,120). Twenty-four studies explored the perspective
of HCPs. Of the studies which provided HCP gender (n=19), a higher number of male
practitioners were involved in the majority (n=12). Seven studies included both PwC and
HCP perspectives (20,21,29,51,58,61,77). Reporting standards for participant
characteristic varied, often lacking clarity on PwC diagnoses (e.g., regarding formal
criteria used) or illness duration, HCP demographics (age, gender identity) and

professional roles (e.g., qualifications, specialty, years of experience).

Table 3.1

Summary of population characteristics.

Sample Size Participant Gender
N/A
N % of Total No. No. (N

Participant Group Studies Total no. Min Max Male Female Studies)
PwC 112 7832 4051 4 1163 1166 2694 5
HCP 24 16.78 492 6 30 194 203 5
PwC & HCP 7 4.89 270 21 101 94 153 1
Total 143 4813 1454 3050 11

All included studies used qualitative design, with 4 employing mixed methods
approaches (36,61,65,74). Studies were conducted in 19 different countries, primarily in
the UK (n=45), Sweden (n=18) and the United States (n=18). Seven studies involved
multi-national samples (17,66,74,81,90,119,140). Phenomenology and grounded theory
were the most common theoretical approaches, and most employed semi-structured or
unstructured interviews and focus groups or group interviews (Table 3.2). Four studies
used both approaches (32,77,78,92). Interviews were also conducted online (40,140) and
with video-stimulated recall (64). Eleven studies employed a combination of qualitative

methods, including interviews, diaries, questionnaires, and focus groups.
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Table 3.2

Summary of study characteristics.

PwC &
PwC HCP HCP
N Studies % of
Reviewed total n % n % %
Setting
Community 71 49.65 71 63.39 0 0 0
Healthcare 63 44.05 32 28.57 24 100 7 100
Support Group 9 6.29 9 8.04 0 0 0 0
Theoretical
approach
Phenomenology 32 22.37 29 25.89 3 12.5 0 0
Grounded Theory 22 15.38 16 14.2 3 12.5 3 42.86
Z?;:gavgrk 7 4.89 4 3.57 3 12.5 0 0
Discourse Analysis 4 2.79 3 2.68 0 0 1 14.29
Ethnography 0.69 1 0.89 0 0 0 0
isr:’t’;‘g‘i't'icomsm 1 0.69 0 0 1 417 0 0
Undefined 76 53.14 59 52.68 14 58.33 3 42.86
Methodology
Individual Interview 107 74.82 88 78.57 16 66.67 3 42.86
Focus Group 15 10.48 8 7.14 6 25 1 14.29
Survey 4 2.79 4 3.57 0 0 0 0
Other 1.39 1.79 0 0 0 0
Multi-method 15 10.48 10 8.93 2 8.33 3 42.86
Country
UK 45 31.46 34 30.36 8 33.33 3 42.86
Sweden 18 12.58 14 12.5 3 12.50 1 14.29
USA 18 12.58 14 12.5 2 8.33 0 0
Norway 13 9.09 11 9.82 2 8.33 0 0
Canada 12 8.39 10 8.93 1 4.17 1 14.29
Australia 4.89 3.57 3 12.50 0 0
Multi-national 4.89 6.25 0 0 0 0
Other 16.08 6.25 3 12.50 2 28.57
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3.3.3 Methodological quality

The quality appraisal of all included studies is detailed in Appendix A4. Congruity
between the philosophical perspective and research methodology, research objectives,
methods of data collection, representation and analysis of data and interpretation of
results were generally high across studies (Q1-Q5). Many studies lacked recognition of
the position and influence of the researcher on the research, reflecting a common
Dependability issue. Figure 3.3 presents the rankings of study dependability as assessed
by five items on the JBI QARI Critical Appraisal Checklist. The relationship between the
researcher and study participants (Q7) was rated Unclear or Not Addressed in 73 of the
reviewed studies. The researchers’ cultural and theoretical orientation and its potential
influence on research outcomes (Q6) was Unclear in 21 studies and Not Addressed in 11
studies. The congruity between participant data and the findings and interpretations
reported by the author (Q10) was Unclear in 6 of the studies. Results of the critical

appraisal were used in the interpretation of the synthesised findings.

Figure 3.3

Dependability of included studies (N=143)

JBI QARI Appraisal of Study Dependability
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3.4 Main Findings

Table 3.3 provides an overview of the synthesised findings. A total of 708 findings were
extracted and aggregated into 82 categories and 13 synthesised findings, 8 concerning
PwC perspectives and 5 concerning HCP perspectives. Overall, the credibility rating was
high, with Unequivocal evidence identified for 685 of the findings. All 13 synthesised
findings received a ConQual Score of Medium or Low. The ranking of 12 synthesised

findings was downgraded 1 level based on study dependability.
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Table 3.3 JBI Table of Synthesised Finding

Review Title

Patient and clinician experiences of fibromyalgia, ME/CFS and medically unexplained symptoms: A meta-aggregative
systematic review

Population of Interest

Adults with MUS, FM, ME/CFS (PwC) and healthcare professionals (HCP)

Phenomena of Interest

The scope and complexity of experience among PwC and HCP

Context

Any country, any gender, natural community settings and healthcare environment

ConQual Summary of Findings

Type of Dependability Credibility Ranking ConQual

Research** (QARI) No. of Findings Credibility Level Score
N (Rating) Synthesised

Synthesised Findings Studies* Findings

1 | Symptom experience and impact 52 Qualitative 124 Downgrade 1 level | 121 (U) Unchanged Medium
2 | The patient journey 64 Qualitative * Downgrade 1 level | 120 (U)/4(C) Downgrade 1 level Low

3 | Identity loss and change 23 Qualitative ! Unchanged 43 (U)/ 3 (C) Downgrade 1 level Medium

4 | Managing chronic illness 26 Qualitative Downgrade 1 level | 41 (U) Unchanged Medium

5 | Understanding and legitimacy 26 Qualitative Downgrade 1 level | 35 (U) Unchanged Medium
6 | Support needs and experiences 22 Qualitative Downgrade 1 level | 30 (U)/ 1(C) Downgrade 1 level Low
7 | Healthcare needs and experiences 51 Qualitative 2 Downgrade 1 level | 94 (U)/ 4(C) Downgrade 1 level Low

8 | Managing healthcare encounters 6 Qualitative Downgrade 1 level | 15(U) Unchanged Medium

9 | HCP attitudes towards patients 11 Quialitative *? Downgrade 1 level | 18(U) Unchanged Medium

10 | Making sense of patients’ symptoms 22 Quialitative *? Downgrade 1 level | 57 (U) Unchanged Medium
11 | Consultation and clinical management 19 Qualitative *? Downgrade 1 level | 46 (U)/ 6(C) Downgrade 1 level Low
12 | Managing the relationship 16 Qualitative %3 Downgrade 1 level | 29 (U)/5(C) Downgrade 1 level Low

13 | Barriers and facilitators to care 13 Qualitative 23 Downgrade 1 level | 36 (U) Unchanged Medium

Note: Total number of studies included in review N=143. Synthesised findings in blue (1-8) concern PwC; those in green (9-13) concern HCP.
* Number of studies contributing to each synthesised finding

**Includes qualitative component of mixed method studies

LCrooks (2006) ; 2Hayes et al. (2010) ; 3Howman et al. (2016); *Kueny et al. (2021)

Key: MUS= Medically Unexplained Symptoms; FM= Fibromyalgia Syndrome; ME/CFS= Myalgic Encephalomyelitis/ Chronic Fatigue Syndrome; PwC= Person with
condition; HCP= Healthcare Professional. Credibility Ranking: (U)= Unequivocal evidence; (C)= Credible evidence
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3.4.1 Experiences of PwCs

A total of 511 findings reflecting the lived experiences and perspectives of PwC were
extracted from 116 studies. These were aggregated into 57 categories and 8 synthesised
findings encompassing (i) The experience of symptoms and their widespread impact; (ii)
The patient journey; (iii) Identity loss and change (iv) Managing chronic illness; (v)
Understanding and legitimacy; (vi) Support needs and experiences; (vii) Healthcare needs
and experiences; and (viii) Strategies for managing the healthcare encounter. Findings
were supported by direct quotes from PwC, and most frequently encompassed themes
related to the patient journey (124 findings, 24%) and lived experiences of illness (121
findings, 23%). Only 3% of all findings (15/511), derived from 6 studies, concerned
patients’ strategies for managing healthcare encounters (See Table 3.3). The frequencies
of extracted findings are presented in Appendix A5. Categories with the largest
proportion of findings included the experience of physical symptoms and difficulties
(4.31%), the psychological impact of symptoms (3.52%), making sense of complexity in
the illness experience (3.52%), and healthcare needs and expectations (3.52%).
lllustrative patient quotes for each synthesised finding are presented in Appendix A6.

Where reported by study authors, PwC gender, age and diagnosis accompany the quote.

3.4.1.1 The symptom experience

Studies show how individuals with FM and ME/CFS experience a wide range of
interrelated physical and cognitive symptoms which are chronic, fluctuating, and
unpredictable. Widespread pain and debilitating fatigue are common physical symptoms,
typically accompanied by disturbed sleep, paraesthesia, and headaches, among others
(7,9,38,54,66,71,74,76,79,86,94,101,115,117,122,128,129,136). Numerous cognitive
symptoms are also reported (7,36,40,66,101,128,136), collectively described as ‘brain
fog’ and include disturbances to attention and memory. Symptoms often exacerbate one
another, and PwC describe experiencing a cycle of pain, fatigue, poor sleep, depression,
and stress (71,115,122,129). Their chronic, unrelenting, and unpredictable character is a
major aspect of the illness experience. Widespread pain is a constant presence for many
(40,71,74,94,124,128) while fatigue and exhaustion persist despite rest and adequate
sleep (66,122,123,136). Many describe struggling to cope with the inconsistent, variable
nature of their illness (3,16,40,83,102,136). The symptomatic impact of FM and ME/CFS
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is further exacerbated by the fact that the symptoms are vague and invisible
(2,47,74,94,107,114). Language used to describe symptoms in patient narratives
suggests that the lived experience can be overwhelming (117,119). Pain has been
described as unbearable (74), an adversary (94), sinister, violent, punitive (72), fatigue as

paralyzing (53) a killer (40) and an invisible foe (128).

Many studies document the impact of FM, ME/CFS and MUS across all domains of life.
PwC report their lives being fundamentally altered (21,76,79,95,115,123,136) and
describe difficulties in completing everyday activities such as shopping, housekeeping,
and participating in social events or leisure activities (19,39,48,53,54,66,73—
75,120,122,142). Symptoms also interfere with occupational roles and career
progression: many are left unable to work, despite desperately wanting to do so
(40,95,142), or are faced with the necessity to reduce their working hours,
responsibilities or change career trajectory completely (5,7,95,123). As individuals part
with their work identity, their sense of self is threatened (14,36). Family dynamics are
affected, with profound changes to roles, responsibilities and relationships among
household members (14,19,123,142). Individuals with FM report feeling like a burden to
their partners and children (19). Outside of their family, PwC report their social life being
significantly restricted (7,123,36,79). They describe losing friends, feeling lonely and
becoming isolated from others (15,94,101,142). For many, keeping up with the demands

of a social life is taxing, resulting in a withdrawal from social activities (95,117).

The experience of multiple chronic symptoms can take a toll on the mental health of PwC
(3,7,95). Sadness, frustration and anger can arise from one’s inability to perform daily
activities (61,83) and many experience affective changes (101) and psychological distress
(47,79) reduced motivation (66,117), low mood, depression and anxiety (33,38,124,136)
as a consequence of their physical symptoms. PwC feel overwhelmed by the prospect of
symptom progression (16) and experience a sense of loss, sorrow and powerlessness
with regards to their condition (15,56,94). Shame, guilt and fear of being a fraud are
common themes in the accounts of individuals with medically unexplained symptoms

(44,97), likely reflecting internalised stigma.
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3.4.1.2 The patient journey

Four broad experiential epochs were identified in the illness narratives of PwC: (i)
symptom onset and uncertainty; (ii) help seeking and diagnosis; (iii) acceptance and

management; and (iv) perspectives on life and the future.

The illness journeys of PwC are often characterised by an initial period of denial,
resistance, and uncertainty. Many ignore their tiredness (53) and pain (56,57), and report
fighting against their increasingly intrusive symptoms (47). This resistance, combined
with an insidious or gradual onset of symptoms (31,40) can lead to delays in diagnosis or
hinder help-seeking efforts (26). Increasing disruption in everyday life leads individuals to
seek explanations to give meaning to their experience (5,9,89,138). Many actively seek
out and evaluate information about their symptoms, leading them to seek a specific
diagnosis, Initial attempts to make sense of symptoms are characterised by
disappointment, as individuals struggle to come to terms with the possibility that
debilitating physical symptoms are not readily explained by an organic pathology (85).
The experience of uncertainty is well documented: PwC struggle with not knowing what
is wrong (136), what the causes of their symptoms are (9,85) and what to do next (31).
Doubts about the possibility of having a stigmatised, controversial condition such as FM
are expressed (120,136) and exacerbated by experiences of diagnostic uncertainty and

reluctance from HCPs to provide diagnoses (132).

Faced with uncertainty, PwC attempt to make sense of their symptoms by developing
various biological, psychological and cultural explanations (31,53,59,76,99,124). Multiple,
complex causes and triggers are explored in their illness narratives, reflecting varying
beliefs about the contribution of internal factors and external influences, such as stress
or genetics (40,81). With regards to aetiology, the explanations of individuals with ME
are primarily biological and, in many cases, patients can identify a viral infection as the
trigger for their illness (5,138). A history of trauma and hardship are speculated to play a
causal role in FM (5,46,105,118) though the accounts of PwC also reflect lives with
normal day-to-day hassles (118). Symptom flares are attributed to excessive physical and
mental effort, diet, chemicals, psychological stressors, climate, and changes in

barometric pressure and temperature, among others (74,81,86).
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The help-seeking and diagnostic journey is often a long and taxing process (16,32,33).
Receiving a diagnostic label is important for several reasons. It can legitimize the
symptom experience (32,34), provide a starting point for illness management (88), and
commence the process of acceptance (75). However, achieving a diagnosis is a significant
challenge. The process can take many years, numerous specialists and investigations, and
involve considerable distress (3,9,78,137,138). Diagnoses are made on the basis of
exclusion, but diagnostic criteria are overly inclusive, as in the case of FM (17). Patients
attribute diagnostic delays to clinician knowledge, poor diagnostic criteria, lack of
confirmatory tests, and the assumption that in the absence of physical evidence,

symptoms are psychiatric or psychological in origin (34,73,85,87).

Patient narratives indicate that the diagnostic experience is an ambivalent one. On one
hand, diagnostic labels provide relief from the turmoil of uncertainty and confirm that
something is not right in the body (23,56,73,128,132,140). On the other hand, a
diagnosis of contested illness can be burdensome in that it offers little hope for a cure

(40,85,91,132). Their quest for an effective treatment is typically unsuccessful (138,9,45).

Coming to terms with a chronic illness is an ongoing daily process, described by some as
akin to grieving (23,75). Realising there is no cure, patients must learn to live with their
symptoms and the limitations imposed by them (33,44,47,54,70,73,75,89,140,142). This
requires ongoing work and involves a transition to symptom monitoring and
management (5,26,39,52,104,123,142). Different approaches to management primarily
include symptom prevention (57,83) and alleviation (5,57,71,83,129,142). However,
many also struggle with acceptance: they long for normality and refuse to give into the
‘sick role’ (23,75,89,91,104,128,130,136,140). Further, chronic illness can transform
individuals’ perspectives on life. Many describe redefining life goals, values, and
obligations (8,10,56,91,138), shifting goals of recovery from finding a cure to an ability to
partake in ordinary living (42,24,68). Uncertainty is prominent in patients’ accounts
(42,54,88,103,111,112,142) with outlooks on the future varying greatly. While some are

hopeful for improvement, others fear their symptoms will only get worse with time
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3.4.1.3 Identity loss and change

The limitations imposed by chronic iliness can pose a threat to an individual’s sense of
self and change their relationship with their body. Several studies point to the
biographical disruption experienced by individuals with FM and ME/CFS: Patient
narratives reflect experiences of identity loss and change, both in relation to the past self
and the future they had once anticipated (5,8,10,44,56,59,79,102,114,115,131). Stories
individuals tell about their past selves highlight their positive qualities, and by extension
preserve their true identities. In their narratives, they present themselves as ‘good’
persons and patients (46,55,135), having been strong, active and independent individuals
before their illness (110,136,89). Individuals” accounts also describe changes in
relationships with their body, which is experienced as changed, unreliable and
unpredictable (70,83). The language used by PwC indicates that the unwell body is
objectified and often perceived as separate from the true self: “it” is an obstruction
(104), a burden (122) and stands between an individual and their ability to participate in
life (70,83,89,108). Several studies describe a process of identity reconstruction in which
individuals begin to let go of their past self and gradually rebuild their identity
(8,10,37,93,131,137). Progress in grief work, cognitive realisation, diminished
defensiveness, and space for self-reflection can facilitate the restructuring response

(131).

3.4.1.4 Managing chronic illness

Coping with chronic illness means making changes and developing acceptable levels of
self-management. Patients recognise that coming to grips with iliness means taking
charge over their own health (26,47,54,124,142), problem-solving (26) and developing
skills to manage symptom flares and complications as they arise (128). Lifestyle changes
are necessary, and patients describe adjusting their life activities to match limitations
imposed by their condition (53,119). Among others, these include developing and
keeping strict daily routines, making dietary changes, and engaging in relaxation practices

(33,40,52,56,57,129).

The narratives of individuals with FM and ME/CFS illustrate the importance of listening
to the body and responding accordingly (83). PwC learn to recognise the warning signs of

relapse, highlighting the need to avoid stress and other triggers (52,57,71). Energy and
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activity management are crucial and individuals with FM and ME/CFS describe pacing in
order to prevent symptom flares (5,47,71,91,129,140). However, achieving an
appropriate balance between rest and activity can be a challenge, particularly during
low-symptom days. A positive mental attitude (47,68,94,104) and distraction
(16,57,70,71). Access to relevant information and knowledge is a recognised enabler of

change, empowering patients to take control over their healthcare (12,47,75,142).

3.4.1.5 Understanding and legitimacy

The feeling of not being understood or believed by others is a common experience
among PwC (6,15,31,40,52,69,80,115,136). As the symptoms of FM and ME/CFS are not
always overtly apparent to others, individuals can become the targets of scepticism and
social insensitivity. Stigma and delegitimation occur across all contexts, including family,
friends, workplace, welfare, and healthcare settings (43,93,107,110). Dismissive attitudes
and growing disinterest are also described (8,15,22). Individuals report being accused of
malingering, laziness, attention seeking, exaggerating their symptoms, and exploiting the
social welfare system (11,15,35,69,75,107,142). Experienced as an assault on one’s moral
character (11), accusations of feigning illness can be an additional burden for PwC.
Patients respond to delegitimation of their conditions by avoiding social interactions
(6,14), limiting what information they share with others (11,76,128,136,142), attempting
to conceal illness (71,73). While many actively seek to educate others about their
condition (6,15) this can be a draining experience, which prompts PwC to maintain a

certain amount of secrecy (121).

3.4.1.6 Support needs and experiences

Across the literature, individuals with FM and ME/CFS express a need for practical,
emotional, and social support for themselves (78,130,112,58) and their families (35,78).
Patient narratives, however, suggest that these needs are inconsistently met. Multiple
studies report that individuals experience a lack of recognition and support from friends,
family, workplace settings, physicians, and social welfare services (5,15,78,108,136).
Others highlight positive experiences of support: feeling understood, cared for, and
appreciated by family (6,33,35,69,75,78), supported in the workplace (2,69) and in
healthcare settings (2,23). Some find support in solitude, turning to prayer and

spirituality (121). Peer support networks in the form of patient groups and online
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communities are a valuable resource for individuals with FM and ME/CFS (23,35,71,88).
Such communities foster a sense of belonging, enabling individuals to express their
concerns, exchange experiential knowledge, and make better sense of their illness
(62,116). However, while the importance of mutual understanding is highlighted in
patient narratives (31,116), the threat of delegitimation within support groups lingers

(40).

3.4.1.7 Healthcare needs and experiences

Different expectations about healthcare services are expressed by PwC across the
literature, but the fundamental need to be believed, validated, and supported by HCPs
dominates their accounts. In addition to seeking practical guidance on coping and
symptom management, PwC describe a need to be involved in decisions about their care
(4,27,45,47,48,88) and expect clinicians to ‘do no harm’(49). In contrast, their
experiences of healthcare are often an uphill battle (80). Many PwC express
dissatisfaction with various aspects of health services healthcare (20,46,48) including a
long process of consultations and referrals (20,23) and limited access to specialist care
(3). As a group, patients with contested illnesses experience a lack of support from the
medical community (136,138): they feel lost or neglected by the system (103), like
“medical orphans” (96) or test subjects (103,130). They describe having to repeatedly
defend the legitimacy of their illness (61,80) and struggle against reluctant HCPs (14) to

secure basic tests, referrals or treatments.

Patient-provider relationships are often suboptimal and a source of discontent.
Individuals with FM and ME/CFS struggle to identify suitable HCPs to work with and
express dissatisfaction with interactions related to specific aspects of their treatment
(4,27,31,34,55,136,142). Doctors are perceived as unable or unwilling to help, and as
failing to listen to patients’ needs (33,76,90,136). Explanations and treatments offered
are often inflammatory, particularly when psychological or psychiatric origins of illness
are implied (11,80,90,96). The consequences of inappropriate explanatory frameworks

can be tragic, as seen in the case of graded exercise for ME (e.g., (80)).

Much of the dissatisfaction with regards to healthcare can be attributed to lack of
knowledge and understanding among HCPs (50,59,90,136). Patients perceive HCP to

have major information gaps, lacking basic knowledge about FM and ME/CFS (27,80,136)
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and their treatment (20,40,61). Consequently, patients report that their concerns are
ignored and dismissed (5,43,50,69,77,80,90,130) and that they are seen as lazy, lacking
motivation, lying, or faking their illness (6,15,78,80,86,87,90,114). The impact of
gendered stigma on quality of care is described by both men and women with FM.
Gendered and racialized stigma was explored by one study (107) which examined the
unigue experiences of Black women with chronic pain. Women presenting with
unexplained pain report their symptoms are minimised or attributed to mental health,
particularly when their physician is an older male (4). Men with FM describe issues
related to toxic masculinity (103,120) and perceive women to be offered better quality of

care (95).

While challenging healthcare experiences dominate patient narratives, positive
experiences with specialist services and family physicians are reported (23,79,136). They
describe therapeutic patient-provider relationships (73,4,27) though they recognise that

they are fortunate to have this experience (23,55).

It is also noteworthy that alongside frustration and dissatisfaction, patients are cognisant
of the effect their illness may have on the healthcare encounter. They describe how
presenting with complex needs (106), multiple, fluctuating symptoms (46,98) and
emotion (4) can overwhelm a consulting physician. They reflect on their own difficulties
in accurately conveying their symptom experience, and how these complicate the
diagnostic process (98). Despite criticisms of healthcare, patients appear empathic to

clinicians’ lack of understanding.

3.4.1.8 Managing healthcare encounters

Communication between physician and patient can be strenuous within the context of
medical uncertainty. Patients, knowing that the alleviation of their suffering may rely
upon productive HCP consultations, develop strategies for managing these encounters.
They may attempt to gain control by directly confronting their clinician, managing their
appearance and disclosures, or distancing and disengagement. Some describe efforts at
educating HCPs on their condition, and demand specific tests, referrals, or treatments
(12). Others attempt to “get through” to their HCPs by keeping their interactions direct

and succinct (32).
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Patients also use more subtle tactics to influence their healthcare process. They can
control the consultation direction by selecting what to say, and if necessary, avoiding
psychological disclosures (106). Having experienced stigma and delegitimation, they
recognise that to be taken seriously it is important to fit the norm of a ‘proper patient’
(77). They do this by maintaining an appropriate level of assertiveness and the correct
appearance. To be a credible patient, they must not look too healthy nor too sick and
appear neither too strong nor too weak (134). Patients also describe working to maintain
good relationships with their clinicians, and do so by avoiding disagreement, for fear of
antagonizing HCPs (4,134). However, when healthcare encounters fail to bring comfort
or resolution, patients can assert control, non-compliance, demonstrative distancing, and

the ultimate strategy of “exiting” or disengagement (12).
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3.4.2 Experiences of HCPs

A total of 197 findings reflecting the experiences and perspectives of HCPs were
extracted from 31 studies. These were aggregated into 25 categories and 5 synthesised
findings concerning (i) Beliefs and attitudes towards patients, (ii) Sensemaking at the
limits of medical knowledge (iii) Consultation and management (iv)The patient-clinician
relationship; and (v) Barriers and facilitators to care. The majority of reviewed studies
featured findings linked to biomedical uncertainty, such as clinician attempts at making
sense of their patients’ symptoms (22 studies, 70%) or themes related to consultation
and case management (19 studies, 61%). Findings concerned with clinician beliefs and
attitudes towards patients, including positive and negative perspectives, were least
frequent, though reported in 11 studies (See Table 3.3). Categories with most findings
concerned diagnostic challenges (6.6%), formal education and training (6.6%) and the
choosing the course of action (6.09%). The frequencies of extracted findings are
presented in Appendix A7. lllustrative quotes for each synthesised finding are presented
in Appendix A8 and are accompanied by HCP role, age and gender were reported by

study authors.

3.4.2.1 Beliefs and attitudes towards patients

Clinicians’ views of PwC are primarily negative. Across the literature, HCPs describe these
groups as demanding, frustrating, time-consuming, and difficult to manage
(13,61,65,67,84) and suggest that these patients pretend to be ill (18) or deliberately
exaggerate the severity of their symptoms (13). Gender stereotypes and prejudice are
expressed in the context of FM, with typical patients perceived to be problematic,
“complaining women” (18,21,77). However, some HCPs are sympathetic to patients’
suffering (18) and recognise the personal, familial and financial burden of iliness (63).
They acknowledge the strain of a lengthy and inconclusive healthcare journey (51) and
recognise that patients come with a “perhaps with an appropriate chip on their shoulder

toward the health care system that has failed them so far" (60).

3.4.2.2 Sensemaking at the limits of medical knowledge

The challenge of sensemaking at the limits of medical knowledge featured as a dominant
thread throughout the literature. Clinicians lack explanatory frameworks needed to

understand MUS, FM and ME/CFS and the link between emotional and physical
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symptoms experienced by PwC (28,61,84,126). Inadequate case definitions for ME (30)
and FM (61), as well as the complex, non-specific nature of symptoms (63) contribute to
sensemaking difficulties, and are further compounded by the lack of clinical indicators of
disease. These difficulties can translate into negative attitudes and scepticism towards

FM and ME/CFS as legitimate medical conditions (28,58,63).

Experienced practitioners (25,127,141) and medical residents (60) recognise that the
biomedical approach provides little guidance on prioritising symptoms and working with
PwC. Gaps in knowledge concerning pathophysiological mechanisms of FM and ME/CFS
limit options (20,29,58), and while pharmacological treatments for pain exist, clinicians

express concern over the potential for misuse, abuse and dependence (61).

Establishing a diagnosis is a further challenge, particularly against a backdrop of
inadequate diagnostic procedures and lack of objective clinical tests (21,25,61,63,109).
Assessment often relies on patients’ testimony, which is perceived as problematic in the
absence of objective evidence (61,109). Clinicians describe arriving at diagnoses of FM
(20), ME/CFS (30), and MUS (65) by a process of elimination, or by excluding other
causes of symptoms. While this often involves extensive testing, HCPs note that patients

struggle to accept their diagnosis (63,65).

Challenges experienced in relation to sensemaking, diagnosing and managing patients
give rise to personal and professional frustration. An inability to help patients directly
challenges clinicians’ professional role and can give rise to feelings of unease,
incompetence and helplessness (13,61,65,84,113). These frustrations can also
accumulate in negative attitudes towards patients and cast doubts about the legitimacy
of their symptoms (109). Insufficient medical knowledge leads clinicians to use alternate
explanations for patients’ symptoms. They describe using biopsychosocial explanations
(60,109) and attribute symptoms to psychiatric iliness, personality factors and a myriad
of stressors, such as social disadvantage, trauma, and childhood adversity
(13,60,61,67,84,84,92,139,143). They arrive at explanations by drawing on various
sources of knowledge, including personal experience, socio-cultural knowledge, formal
education, and clinical practice (28,29,60,63,67). The impact of personal experience on
sensemaking is particularly noteworthy, as some HCPs describe truly understanding a
condition once someone in their personal life had become ill.
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3.4.2.3 Consultation and management

Consulting and managing PwC is a complex and often stressful task. A key challenge
described by HCPs is finding a consultation structure when there is no obvious diagnosis
or treatment (126), particularly when coupled with patient demands for referrals and
investigations. Stressors identified include feeling unprepared for the consultation,
making sense of vague or non-specific symptoms, and the potential of missing a serious
disease (61,65,113,127). Working with this group of patients essentially requires
clinicians to relinquish their quest for medical certainty. Many describe having to alter
their process and outcome expectations (127,13,41,63), shifting focus from curing the
patient to providing support and facilitating change (126,127). Several useful strategies
for consulting patients with MUS are discussed, and include taking a comprehensive
medical history, transparency regarding diagnostic interpretations and investigation
outcomes, as well as clearly defining the consultation rules and structure (1,139). Clinical
tests and examinations can be used to build trust and create structure to consultations

by satisfying patients’ needs for concrete action (1,13).

Consultations involve a nuanced assessment of risk and HCPs express concerns about
potential harms of diagnostic labels and investigations. The clinical utility of diagnosis in
the absence of clear treatment pathways is put into question, and similar difficulties are
described in the context of investigations and referral practices. While receiving a
diagnosis can empower, validate, and provide relief (20,28,58,125,126), clinicians
recognise that a label of contested illness can misrepresent or stigmatise patients,
negatively affecting the care they receive (30,125). Similarly, while clinical tests can
provide reassurance, facilitate diagnosis, and enable access to specialist services, each
procedure carries a risk of iatrogenic harm (30,125,133,63). Thus, despite pressure from
patients, clinicians often refuse investigations perceived as dangerous and unnecessary.
However, HCPs also describe motivations which may not necessarily be to the benefit of
the patient. Referrals can serve as a ‘way out’ of difficult cases (77), while clinical tests
can be used to ‘speed up’ the consultation and appease demanding patients (143).
Testing also serves to relieve clinicians’ anxiety over missing an organic pathology and
the related threat of litigation (126,133). However, HCPs recognise that their referral
practices can have a cascade effect and express immense frustration at referrals and

admissions that serve no purpose other than the medicalisation of distress (127).
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Approaches to symptom management vary depending on clinicians’ beliefs and include
the use of psychological and complementary therapies as well as education and
psychosocial support within consultations (63,141). Many HCPs emphasise the need to
establish shared responsibility for management, seeking to facilitate self-management
and encouraging patients to take control over their journey (61,63,13). Simultaneously,
they recognise their role in supporting patients and their ethical duty to help alleviate
suffering. Clinicians provide practical supports by directing patients to appropriate
resources and information, while also supporting them in the workplace and providing

guidance on symptom management (28,63).

3.4.2.4 The patient-clinician relationship

While experiences vary, many clinicians describe building rewarding relationships with
patients, characterized by partnership and founded on mutual trust, respect and
unconditional positive regard (60,65,67,84,100,133). They express an awareness of the
healing power of validation and make efforts to build a safe environment for patients,
even in the absence of medical explanations (25,67,125,127,139). However, conflictual
relationships also arise, particularly in cases of poor shared understanding (20,100). A
range of strategies for managing patient relationships are discussed, depending on HCPs
desire to engage with PwC. Some describe making a conscious effort to interact
positively and build a helpful alliance (127), while others manage relationships by
asserting a position of power and clearly defining the rules of a patient-doctor dynamic
(61). Some distance themselves from patients completely, refusing to consult patients
with FM or ME/CFS (13). Generally, HCPs desire to provide good explanations about the
causes of patients’ symptoms, though this is challenging in the context of MUS. They
acknowledge uncertainty and describe attempts at normalising patients’ experiences,
providing reassurance, and emphasising the benign nature of their symptoms (100,133).
HCPs also describe appealing to patients” worldview in the explanations provided, as this

is more likely to foster trust and a mutual alliance (1,143).

3.4.2.5 Barriers and facilitators to care

Personal biases, organisational constraints, and consultation dynamics are identified by
clinicians as barriers to effective management and care. HCPs describe how stereotyping

thoughts (77), personal biases (51) and negative attitudes (139) towards patients can
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lead to reduced clinical efforts and potential patient harm. Beliefs about their scope of
responsibility (28,143) also affect care, particularly if clinicians are reluctant to support
patients with concurrent physical and psychological complaints. At consultation level,
appointment structure and the quality of contact with patients were identified as the key
factors affecting care. Issues discussed by HCPs include suboptimal communication,
characterized by an absence of dialogue and lack of psychosocial exploration (64), and

concerns over patients’ ability and readiness to self-manage (51).

Organisational constraints are a well-recognised challenge, and clinicians describe several
interconnected barriers at this level. These include time pressures (51,133,143), difficult
service structures (84) and poor continuity of care (51,133), as well as barriers with social
welfare services (61). General practitioners do not feel sufficiently supported to work
with patients in the community (84) and voice the need for third-sector support services
and specialised treatment units (20,51). Time pressures and limited resources affect how

clinicians prioritise patients and tasks, which can lead to the use of clinical shortcuts.

Many clinicians feel insufficiently prepared to work with patients with MUS and attribute
this to inadequate formal education and training (60,65). They describe a discrepancy
between their expectations of practice and clinical reality, particularly with respect to
managing uncertainty. Much of their knowledge is acquired informally, by learning from
colleagues and through practice (133,143). While role modelling can contribute to the
transmission of negative beliefs and attitudes, senior clinicians (126) also emphasise
teaching registrars to value patients and accept their ethical responsibility to care for
them. With regards to specific training needs, clinicians describe a need for practical skills
training in communicating with patients (143), and in managing difficult consultations
(51). However, despite the recognised gaps in knowledge and understanding, many HCPs
are confident in their clinical abilities (60,109) and express scepticism with regards to the

value and feasibility of additional training (51).
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3.5 Discussion

This review aimed to identify and aggregate qualitative evidence regarding the
experiences of individuals with MUS, FM and ME/CFS and those of their healthcare
professionals. Aligning with the core tenets of systems theory (Cross, 2018; Gomersall,
2018; Lipsitz, 2012; Sturmberg et al., 2014), a range of multifaceted, interconnected
themes were identified with respect to both groups. The key findings are summarised
below, with consideration of the issue of medical uncertainty in the context of person-
centered care. Taken together, results point to patient-clinician dynamics as a viable

target for change.

Studies with PwC provided rich accounts of the lived experience of illness, particularly
with regards to the burden of symptoms and their widespread impact, transitions in the
patient journey, experiences with social others and in the context of healthcare. Studies
with HCPs primarily reflected concerns around the clinical management of PwC and the
strategies used to manage challenging consultations. Sensemaking at the limits of
biomedical knowledge was a common thread across the literature, underpinning
patients’ experiences of stigma, disbelief, and a general lack of understanding from
others. Likewise, sensemaking difficulties coloured HCP’s attitudes towards their
patients, affecting their clinical efforts and quality of care. Lengthy and inconclusive
healthcare journeys, characterised by diagnostic and prognostic uncertainty, and
strained patient-clinician dynamics were described by both groups. Furthermore, PwC
and HCPs identified gaps in knowledge and understanding as a major impediment to care

and emphasised a need for advances in biomedical research.

The findings are largely in line with others: for example, Polakovska and Rihacek (2022)
highlighted patients’ fundamental need to be understood and believed by others, their
experiences of isolation, uncertainty and a general disappointment in healthcare in the
context of MUPS. Doebl et al. (2020) similarly illustrated FM patients’ difficult
interactions with the healthcare system, raising issues of inconsistent and poorly
coordinated care. Johansen and Risor (2017) synthesised qualitative studies on family
physicians’ perception and management of MUS, pointing to an incongruence between
patients’ symptom presentations and the explanations offered by the biomedical model,

while a recent literature review (Pheby et al., 2021) showed that disbelief, lack of
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knowledge and understanding of ME/CFS among family physicians is widespread. In the
context of ME/CFS and comparative research, Anderson et al. (2012) identified
diagnostic issues and consultation dynamics, namely the struggle for power, as shared

themes among patients and healthcare providers.

This synthesis highlights that medical uncertainty is a common, if not dominant,
experience for both patients and clinicians and poses significant challenges to care. The
problematic nature of uncertainty in healthcare has been widely acknowledged, and
efforts have been made to elucidate the nature of the concept (Han et al., 2011, 2019;
Kim & Lee, 2018). Uncertainty in medical-decision making can arise at various levels,
including in the patient, clinician and their interaction (Dhawale et al., 2017). Diagnostic
uncertainty, when mismanaged, can result in decreased patient satisfaction, confidence
and trust in healthcare; contributes to stress and burnout among clinicians, and increases
costs for the healthcare system (Mevyer et al., 2021). While the concept of uncertainty
tolerance is well-researched (Han et al., 2019, 2021), the literature indicates that
clinicians are often hesitant to acknowledge or express uncertainty for the fear that this
will undermine their professional authority (Etkind et al., 2017; Sallay et al., 2022;
Simpkin & Schwartzstein, 2016). The literature also suggests that the manner in which
clinicians communicate uncertainty can shape patients’ illness experience and
satisfaction with care (Etkind et al., 2017; Medendorp et al., 2021). In light of this, an
evaluation of communication practices in the context of FM, ME/CFS and MUS might be

a productive step for healthcare research.

Many individual-level barriers to shared decision-making have been identified to date,
though patient health literacy appears to be the key issue (Brabers et al., 2017; Joseph-
Williams et al., 2014; Scholl et al., 2018). For example, a Dutch cross-sectional study
(Driever et al., 2020) found that despite preferences for shared decision-making,
physicians often perceived patients as incapable of participating in decision-making, and
thus practiced paternalistic approaches to care. Yet- as demonstrated in this review-
there are circumstances where patients are more knowledgeable, both biomedically and
practically, than clinicians. An exploration of consultation dynamics, communication and
decision-making practices in this context could prove valuable, particularly as some

evidence suggests knowledgeable patients are met with clinician resistance (Snow et al,,
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2013). Interestingly, despite support for SDM in chronic illness management (Joosten et
al., 2008; Montori et al., 2006) there is an apparent lack of research into SDM practices in
the context of FM, ME/CFS and MUS. Bieber and colleagues (Bieber et al., 2008) report
outcomes of a randomised controlled trial of SDM training for physicians, pointing to
improved patient-clinician dynamics in FM care. Clearly, more work in this area is

needed.

Taken together, findings related to PwC experiences of delegitimation and stigma
indicate a fundamental need to improve societal understanding and awareness of the
burden of FM, ME/CFS and other chronic, invisible, and contested illnesses. This need is
supported by a considerable body of literature which points to the psychological and
functional consequences of stigma in ME/CFS and chronic pain (Baken et al., 2018; Bean
et al., 2022; Ko et al., 2022; Zhang et al., 2021). However, two decades of reviewed
research has shown these issues to be persistent, and that deeply ingrained negative
beliefs are both enduring and resistant to change. Similar themes have emerged from
the narratives of patients with Long-Covid (Kingstone et al., 2020) and recent evidence
points to an association between social stigma and poor mental health-related quality of
life (Scholz et al., 2023). Thus, it may be more fruitful to identify and support the skills
that enable PwC to live well despite uncertainty, invalidation, and disbelief. For example,
Goldberg et al. (Goldberg et al., 2022) suggest that a key role for mental health
professionals in supporting Long-Covid patients is essentially through validating their
illness experience, facilitating coping and adaptation, while also managing any pre-
existing or secondary mental health issues. Based on the findings of this review, arguably
such suggestions can be extended to any illness characterised by disbelief, delegitimation

and uncertainty.

3.5.1 Strengths and Limitations

The primary strength of this review lies in its broad scope and the volume of aggregated
findings. The heterogeneity of primary studies with respect to qualitative and analytic
procedure was expected and meta-aggregation was selected in anticipation of such
differences. With its deliberate focus on commonalities (Lockwood et al., 2015), meta-
aggregation was suitable for identifying experiences in the context of distinct conditions

underpinned by the core issue of medical uncertainty. However, as elaborated
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elsewhere (Bergdahl, 2019), the pragmatism of meta-aggregation comes at a cost. The

key issues relevant to this review are considered below.

First, meta-aggregation seeks to generate a descriptive categorization and mapping of
extracted qualitative findings (Lockwood et al., 2015; Lockwood & Pearson, 2013; Munn
et al., 2021; Sim & Mengshoel, 2023). Frequency counts can be used to comment on
dominant phenomena, but little more can be said about their meaningfulness or
representativeness. Further, owing to the meta-aggregative focus on commonalities, this
review falls short in discussion of rare or discrepant findings. Perhaps the most significant
criticism of the approach is that it does not seek to generate theory, making it
incompatible with the broad aims of meta-synthesis (Bergdahl, 2019). Although the
findings are positioned broadly within systems thinking, they should not be assumed to-
nor claim to- advance systems theory. This review of patient and clinician perspectives
provides insights into the individual and wider social context of chronic iliness, but more

focused work is needed to move beyond description.

Additionally, the strength of the conclusions is ultimately limited by the quality of
included studies. Few studies clearly referred to the researchers’ personal or theoretical
orientation and their impact on the research conducted. Consequently, the strength of
evidence for all but one synthesised finding was downgraded, resulting in Medium or
Low ratings of Confidence. While a critique of quality appraisal tools is beyond scope,
some concerns have raised with regards to JBI Critical Appraisal tool (Majid & Vanstone,
2018). Among others, the lack of explicit reference to philosophical orientation may
simply reflect reporting choice, rather than poor methodological quality. Thus, the

ConQual rating for synthesised findings should be regarded with caution.

While that the inclusion of “unexplained” symptoms, or MUS, alongside FM and ME/CFS
is controversial, this decision is anchored by the fact that research has, historically,
employed MUS as an umbrella term encompassing a large variety of poorly understood
syndromes. An attempt to review two decades of research should not shy away from an
issue that exemplifies the challenge of medical uncertainty. While efforts were made to
include variations of terms relevant to MUS, FM and ME/CFS, many of the reviewed
studies used different case definitions, or made vague reference to the duration or origin
of symptoms experienced by participants. Thus, it was not always possible to determine
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whether participants’ symptoms were primary (“unexplained”) or secondary fatigue and
pain. Overall, it is clear that reporting practices in qualitative research need substantial

improvement.

Ultimately, this review highlights the value in conducting multi-perspective research to
better capture the complexity of the illness experience. While patients, clinicians and
academics are increasingly advocating for the involvement of multiple stakeholders in
healthcare-related research (Fitzcharles et al., 2017; Price et al., 2018), very few
qualitative studies appear to do this in the context of MUS, FM and ME/CFS. Partnership
in research- and in clinical practice- is much needed. If consultation dynamics are to be
fully understood and improved, both parties must be represented in research. However,
this research should occur in a context of epistemic justice, whereby patients’

experiential knowledge is valued and treated as equal to clinicians’ scientific expertise.

3.5.2 Conclusion

This meta-aggregative review of qualitative research provides a comprehensive
description of the experiences of individuals with MUS, FM and ME/CFS as well as those
of healthcare professionals. A range of multifaceted themes with respect to both groups
were identified, many of which appear underpinned by sensemaking difficulties. While
gaps in biomedical knowledge are clear, this review highlights the need to address the
patient-clinician dynamic in the context of uncertainty and calls for the involvement of
multiple stakeholders in health-related research. Policies and practices should prioritise a
holistic, patient-centered approach, supporting both patients and clinicians to engage in

shared decision-making despite medical uncertainty.

Building on the findings of Phase One, particularly with regards to the identified stigma
and gaps in knowledge and understanding, Chapter 4 reports a cross-sectional study
designed to explore the beliefs and perspectives of a sample of adults with knowledge of
FM and/or ME/CFS in Ireland, as well as their perspectives on public and clinician

awareness and knowledge of these.
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Chapter 4. Study Two

Cross-Sectional Survey

4.1 Introduction

Individuals living with chronic, invisible, and poorly understood illnesses encounter a
wide array of personal, social, and systemic challenges. These challenges often stem
from the “contested” nature of their conditions, where legitimacy and recognition are
frequently questioned. As reviewed in Chapter 3, disbelief, invalidation, and stigma
emerge as central aspects of the illness experience, particularly for conditions
characterized by disparate, and historically “medically unexplained” symptoms, including
Fibromyalgia (FM) and Myalgic Encephalomyelitis/Chronic Fatigue Syndrome (ME/CFS).
This body of work illustrates how the invisibility of symptoms, compounded by
incomplete or inaccurate biomedical understanding, often manifests in stigma, resulting
in a lack of empathy and rejection from others, including family members and healthcare

professionals.

Stigma associated with concealable illnesses has been long recognised and theorised,
with foundational work by Goffman (1963) and more recent contributions by Vickers
(2000) and Quinn and Earnshaw (2011, 2013) providing insights on the phenomenon.
Goffman’s (1963) conceptualisation of stigma as “blemishes of character” is particularly
relevant, whereby individuals with invisible conditions frequently face attacks on their
moral character, presumably because their presentation deviates from normative
expectations about what illness “should” look like. When symptoms are not outwardly
apparent, societal biases and misconceptions may lead judgments about character that
undermine the legitimacy of the individual’s suffering. Vickers (2000) expands on this by
introducing the concept of knowledge-based stigma, highlighting how incorrect, absent
or incomplete knowledge among the public or professionals allow myths and
misconceptions to perpetuate stigmatizing attitudes. Specifically, when faced with the
ambiguity of these invisible illnesses, people may rely on myths and beliefs to fill

knowledge gaps, potentially leading to discriminatory behaviours.
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The profound impact of stigma on the wellbeing of individuals with concealable illnesses
is also well-established, with evidence for considerable distress arising as a result of
negative societal perceptions, as well as the internalisation of stigmatizing beliefs
(Earnshaw & Quinn, 2012; Quinn & Earnshaw, 2013). Enacted, anticipated and
internalised stigma have shown, for instance, to negatively impact the quality of life,
help-seeking behaviour, treatment adherence and self-esteem of individuals with
invisible illnesses (Earnshaw et al., 2012; Engebretson, 2013; Kao et al., 2016; O’Donnell
& Habenicht, 2022). Given the role of knowledge and normative beliefs about illness in
stigma, targeting public misconceptions and informational gaps appears a viable route to
alleviating some of the psychosocial burden experienced by individuals with invisible
conditions, including those falling under the umbrella term of “medically unexplained”
illness. Patient-led advocacy groups, unsurprisingly, dedicate their efforts to this, seeking
to educate the public and raise awareness about specific conditions (Bloom et al., 2021;
Hartley & Penlington, 2023; Keller & Packel, 2014). As discussed in Chapter 2, a panel of
patients involved in this research also highlighted their concerns around stigma, and
emphasised the importance of exploring public knowledge about, understanding of and

attitudes towards a range of poorly understood conditions.

4.1.2 Objectives

Considering the priorities identified by the patient panel, the deficit in knowledge and
understanding identified in the literature reviewed in Chapter 3, as well as the
relationship between knowledge and stigma, the aims of the present study were (i) to
explore the perspectives of a sample of adults familiar with FM and ME/CFS in Ireland,
with a focus on understanding their personal beliefs and perceptions of these conditions
and their clinical management; (ii) to explore their appraisals of public and healthcare
professional knowledge and awareness of these, and (iii) to explore their perceptions of
the challenges faced by individuals living with FM (PwFM) and ME/CFS (PwWME). These
two conditions were chosen as exemplars due to their long history of being dismissed,

and in light of a remarkable absence of information on attitudes towards them in Ireland.
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4.2 Methodology

4.2.1 Design

The study was designed as a cross-sectional study, employing an anonymous, mixed-
methods survey administered online using the survey platform Qualtrics (Qualtrics,
Provo, UT). This study adhered to the STROBE guidelines for reporting cross-sectional
studies (von Elm et al., 2008). The study design was approved by the Ethics Committee at

the School of Psychology, Trinity College Dublin (Appendix B1).

4.2.1.1 PPI

The survey was designed in collaboration with individuals with lived experience of poorly
understood chronic illness, who were part of a patient panel involved in the research,
described previously in Chapter 2 (Section 2.4.2). PPI contributors identified a need to
explore the perspectives of the Irish public on conditions with unexplained symptoms,
including FM and ME/CFS as exemplars. Their input on survey content was sought, and
suggestions regarding appropriate terminology and phrasing were discussed and
incorporated into the design. PPl contributors also assisted with survey distribution

among their personal networks.

4.2.2 Recruitment

A snowball sampling strategy was used within a purposive framework to recruit
participants who were familiar with FM and/or ME/CFS. This non-representative
sampling approach facilitated the identification of individuals with a presumed baseline
level of awareness, thus ensuring the inclusion of suitable respondents to meet study
aims. Recruitment commenced in May 2022 and the survey remained open till January
2023. Participants were recruited via social media, drawing on the researcher’s personal
networks and the assistance of PPl contributors and patient advocacy groups. All
consenting individuals who were aged 18 and over, and residing in the Republic of
Ireland, were eligible to take part. Screening questions were included in the survey to

identify the sample of interest.
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4.2.3 Procedure

Consenting participants were asked to complete questions related to their demographic
characteristics, self-rated health literacy, and perspectives on ME/CFS and/or FM. All
participants responded to the demographic and health literacy questions. The option to
skip questions was available by selecting “Prefer not to say”, and while participants were
able to return to skipped questions, they were not able to re-access the questionnaire or
modify their responses once the survey was submitted. As the study specifically sought
to elucidate the perspectives of individuals on these two conditions, mandatory filtering
questions were added (“Have you ever heard of Fibromyalgia before?” and “Have you
ever heard of ME/CFS before?”) following the demographic and health-literacy questions,
such that only those who indicated knowing of the condition could proceed to the
relevant survey sections. Participants who were familiar with both conditions were asked
to complete questions on each, with relevant survey sections becoming available in

succession. Figure 4.1 presents the survey flow and contents of each section.
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Figure 4.1

Flowchart of survey procedure.
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4.2.4 Measures

The survey questions were specifically designed and developed for the purpose of this
study to address the research objectives and gather relevant data. The measures with
sample questions are outlined below, with the full questionnaire included in Appendix

B2.

4.2.4.1 Demographic Characteristics and Health

The demographic questionnaire included questions about age, gender identity (Male,
Female, Non-Binary, Prefer not to say) and highest level of education achieved (No level
of education, Primary level, Secondary level, Third level, Post-secondary training, Prefer
not to say). The health questionnaire included binary-response (Yes/No) questions about
personal experience of chronic illness (“I am a person with a chronic, poorly understood
condition”) and experience of chronic illness in others (“/ know someone with a chronic,
poorly understood condition”, “I have a relative or significant other with a chronic, poorly

understood condition”).

Participants who selected having personal experience with chronic illness (PwC) were
asked to disclose the condition(s) they live with and to indicate whether they have been
formally diagnosed (Yes/No). Participants were also asked to select the type of symptoms
they primarily experience (Physical, Psychological, Cognitive, Other) and whether they
experience symptoms that are “Medically Unexplained” (Yes/No/Unsure). They were also
asked to rate the severity of their symptoms most of the time (Mild, Moderate, Severe),
and to rate the overall impact of chronic illness on their Quality of Life using a 5-point

Likert scale (No Impact-Severe Impact).

4.2.4.2 Self-rated Health Literacy

Participants were asked to respond to five health literacy statements which were
designed for the purposes of the study. For each statement, participants indicated their
level of agreement on a 5-point Likert scale (Strongly disagree- Strongly agree). These
statements concerned their self-perceived knowledge about health, wellbeing and
healthcare (e.g., “I consider myself to be knowledgeable about topics related to health

and wellbeing”, “I consider myself health literate- | can obtain, read, understand, and use

healthcare information to make appropriate health decisions and follow instructions for
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treatment”, “I have a good level of knowledge and understanding of common chronic

illnesses (e.q., diabetes, heart disease)”)

4.2.4.3 Beliefs, Knowledge and Understanding

Participants who indicated knowing about ME/CFS and/or FM were asked twenty
questions about their perspectives on each condition. The order of survey questions in
this section was randomized automatically using the Qualtrics survey platform to
minimise order effects and reduce potential response bias (see Figure 4.1). Participants
were asked multiple-choice questions regarding how common the condition is, what
they perceive the primary cause to be, and were asked to indicate their agreement
(Strongly disagree- Strongly agree) with six statements gaging their beliefs about ME/CFS
and FM and people living with it (e.g., “Fibromyalgia is a real condition”, “People with

fibromyalgia exaggerate their symptoms.”).

Participants were also asked to rate their understanding of various aspects of the
condition and its clinical management (e.g., “How would you rate your understanding of
the treatment of fibromyalgia?”) on a five-point Likert scale ranging from Very Poor to
Very Good, and to estimate average time to diagnosis of the condition. Similarly,
participants were asked to rate public and health professionals’ knowledge and
awareness of the condition. Three comparative questions were included in which
participants were asked whether the diagnosis, management and experience of the
condition is easier, similar to or harder than of other chronic ilinesses. Finally,
participants answered an open-ended question about the perceived challenges faced by
individuals affected by the condition (e.g., “What, in your opinion, are the key challenges

faced by individuals with ME/CFS?”)

4.2.5 Analysis

4.2.5.1 Exploratory Analyses

Descriptive statistics (means, frequencies) were calculated for all measures. Only data
from participants who completed the survey were included in analyses. Data were then
split into participant subgroups, i.e. participants familiar with ME/CFS and participants
familiar with FM, and exploratory chi-square tests of independence were conducted to

examine associations between participants’ beliefs, ratings of knowledge and
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understanding, and personal factors such as experience of chronic iliness. Bonferroni

adjustments for multiple comparisons were applied.

4.2.5.2 Thematic Analysis

Participant responses to the open-ended question were analysed using an inductive
thematic approach (Braun & Clarke, 2006, 2021a) with NVivo 12 Plus Software, the
assumptions of which are discussed in Chapter 2 (Section 2.4.1.2). The credibility and
trustworthiness of the analysis was ensured by drawing on the seminal work of Lincoln
and Guba (1985) and the pragmatic guidelines outlined by Nowell et al. (2017). Separate
analyses were conducted for the answers of the two participant subgroups, with an
identical process applied for each dataset. Each qualitative analysis was performed by
the author and a research assistant (AH and JH), ensuring the research team comprised
of people with various levels of expertise on topics of chronic illness. Both research
assistants were final year undergraduate Psychology students with an interest in health
psychology and invisible illness, though no previous experience with research on the
topic. Research assistants were trained in inductive thematic analysis and NVivo by the

author.

Thematic analysis involved six steps: (i) First, researchers familiarised themselves with
the data and met to discuss initial impressions; (ii) Systematic data coding followed, with
researchers independently performing initial coding and categorisation according to
similarity. Researchers met to compare codes and condensed these into more focused
codes and categories; (iii) Categories were organised into initial themes and sub-themes
and reviewed by researchers using Patton’s (1990) dual criteria of internal homogeneity
and external heterogeneity; (iv) A codebook was devised and preliminary themes were
discussed with the patient expert panel. Feedback was incorporated into the thematic
structure and codebook, with the labels and descriptions revised to ensure shared
understanding among researchers. Free-text responses were coded once again as per
codebook and a coding comparison query was carried out in NVivo to ensure reliability of
the coding process. A Cohen’s cappa coefficient was calculated as a measure of inter-
rater agreement between the author and research assistant for each thematic analysis.
The coding comparison of qualitative data on ME (ND & JH) achieved a Cohen’s kappa of

0.62, corresponding to a good level of agreement. A Cohen’s kappa coefficient of 0.75
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was achieved for the analysis of FM data (ND & AH), indicating a very good level of inter-
rater agreement. (v) Researchers refined the codebook to include more precise
definitions of themes. (vi) Quotations corresponding to each theme were identified and
the report produced. Descriptive results were accompanied by illustrative quotes. As
member checking was not possible given the anonymous nature of the survey, results of

the analysis were presented to the patient expert panel for review.
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4.3 Results

4.3.1 Respondent characteristics

The survey was initiated by 349 respondents with a completion rate of 91% (N=319).
Respondents who completed the survey were aged 19 -74, primarily middle aged (M=
46.8, SD=12.3), female (80%) and highly educated (87%). In general, participants rated
themselves as health literate (90%) and reported having a good level of knowledge about
common chronic conditions, though fewer (36%) reported the same for acute illness.
Three in four survey respondents reported knowing someone living with a chronic illness,
and 66% disclosed having a chronic illness themselves. While the majority were familiar
with the terms “chronic fatigue” and “chronic pain” fewer recognised the clinical entities
ME/CFS (94% vs. 75%) and FM (97% vs. 88%). Table 4.1 provides an overview of
demographic characteristics of all respondents, including participant subgroups. Of
participants living with chronic iliness (PwC, n=211), similar proportions reported one
(49%) or multiple (51%) conditions, and most (90%) indicated having a formal diagnosis
for their chronic illness. Symptoms experienced were primarily of a physical nature (69%)
and moderate severity (65%), with a moderate or high impact on Quality of Life (35% and
44% respectively). Over half of PwC indicated having symptoms that could be considered
“medically unexplained” (54%), and one in five (22%) reported having comorbid physical

and mental health conditions (see Table 4.2).
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Table 4.1

Demographic characteristics and self-reported health literacy of survey respondents
(N=319) and participant subgroups.

Survey Familiar with ~ Familiar
respondents ME/CFS with FM
(N=319) (n=238) (n=280)
n % n % n %
Gender
Female 256 80.3 201 845 234 83.6
Male 57 179 33 139 40 143
Non-Binary 4 1.3 3 1.3 4 1.4
Highest education level achieved
Primary Level 2 .6 1 4 2 0.7
Secondary Level 38 119 29 122 34 121
Professional Training or Third Level 276 86.5 208 87.4 242 86.4
Chronic illness
Personal experience ? 211 66.1 176 73.9 195 69.6
Know others with ? 240 75.2 185 77.7 214 76.4
Have relative with @ 138 43.3 105 441 124 443
Self-Reported Health Literacy
Knowledgeable about health ° 255 79.9 198 83.2 231 825
Health Literate ° 286 89.7 218 916 253 90.4
Aware of available health services ° 221 69.3 170 71.4 198 70.7
Good knowledge of acute illness ° 114 357 84 353 98 35.0
Good knowledge of chronic illness ® 252 79 200 &4 230 82.1
Awareness of ME/CFS
Familiar with term “chronic fatigue” ® 300 94 238 100 272 971
Familiar with ME/CFS? 238 746 238 100 223 79.6
Awareness of FM
Familiar with term “chronic pain” @ 310 97.2 237 996 280 100
Familiar with term FM @ 280 87.8 223 936 280 100

Note. Survey respondents: Age 19-74 (M= 46.8, SD=12.35). Respondents familiar with ME/CFS: Age 20-74
(M=48.4; SD=12.02). Respondents familiar with FM Age: 19-74 (M=47.6; SD=12.13)

@ Reflects the number and percentage of participants answering “Yes” to this question.

b Reflects the number and percentage of participants who answered “Agree” and “Strongly Agree” to the
statement
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Table 4.2

lliness burden among participants with a self-disclosed chronic illness (PwC)

PwC PwC Familiar  PwC Familiar
(n=211) with ME/CFS with FM
(n=176) (n=195)
n % n % n %
Participant health
One condition reported 103 48.8 83 472 91 46.7
Multiple conditions reported 108 51.2 93 52.8 104 533
Physical and Psychological Comorbidities 46 21.8 39 222 44 22.6
Medically unexplained symptoms 114 54 98 55.7 105 31.8
reported
Formally diagnosed 189 896 159 90.3 174 89.2
Primary Symptoms Experienced
Physical 145 687 120 68.2 138 708
Affective 30 142 22 125 27 13.8
Cognitive 11 52 10 5.7 7 3.6
“All” 10 4.7 8 4.5 8 4.1
Other 15 7.1 15 8.5 15 7.7
Severity of Symptoms
Mild 11 52 11 6.3 10 51
Moderate 137 649 111 63.1 128 65.6
Severe 63 299 54 30.7 57 29.2
Impact of Symptoms on Quality of Life
Low 12 5.7 12 6.8 11 5.6
Moderate 73 346 54 30.7 67 34.4
High 93 44 80 455 86 44.1
Severe 32 15.2 30 170 31 15.9
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4.3.2 Knowledge and understanding of ME/CFS and FM

A subsample of 238 participants familiar with ME/CFS responded to questions regarding
their beliefs, knowledge and understanding of ME/CFS and their perception of public and
clinician knowledge and awareness. Of these participants, 74% (n=176) were PwC, of
whom 31.2% (n=55) reported living with ME/CFS (PWME) and 68.8% (n=121) reported
other chronic conditions. A subsample of 280 participants familiar with FM responded to
questions regarding their beliefs, knowledge and understanding of FM and that of
others. Of these participants, 70% (n=195) were PwC, of whom 77% (n=150) reported
living with FM or Chronic Pain (PwFM) and 23% (n=45) reported other conditions.
Further demographic characteristics are detailed in Appendix B3. Descriptive statistics for
key measures for each subgroup are included in Appendix B4. and presented in Figures

4.2 and 4.3.

4.3.2.1 Beliefs about ME/CFS and FM

Most of the participants familiar with “ME/CFS” (N=238) agreed that ME/CFS is a
legitimate condition (95%, n=226), and two in three (65%, n=156) considered it to be
common or very common. As shown in Figure 4.2 (Panel A and B), there was a strong
recognition of the burden of illness experienced by PwWME, with 97% (n=231)
acknowledging the significant suffering and 72% (n= 171) agreeing that it is more difficult

to live with compared to other chronic conditions.

However, beliefs about the cause of ME/CFS were more varied. Less than half of the
participants (48%, n=113) believed that the primary cause of ME/CFS is biological, while
42% (n=101) were unsure about the aetiology. A minority (10%, n=23) believed the cause
to be primarily psychological. Only a small proportion (14 %, n=34) believed that it is
possible to cure ME/CFS, while 32% (n=76) felt that it is possible to effectively manage
the symptoms. Most participants considered ME/CFS to be more challenging to manage
(78%, n=186) and more difficult to diagnose (85%, n=203) compared to other chronic
conditions. When asked to estimate time to diagnosis, only 11% (n=27) of participants
assumed diagnosis would occur within a 1-year timeframe. Further, a small proportion of
participants held negative beliefs about PWME, with 4% (n=10) believing that individuals
with ME/CFS exaggerate their symptoms and 1% (n=3) suggesting that they may be

pretending to beill.
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Similar trends were observed in the responses of participants familiar with “Fibromyalgia”
(N=280). Overall, participants recognised that FM was real, common, and more difficult
to diagnose, live with and manage than other chronic conditions. Nearly 50% considered
the primary cause to be biological (n=133) and almost all (98%, n=274) agreed that PWFM
are suffering. As shown in Figure 4.2, Panel C, a relatively small proportion believed that
the primary cause of FM is psychological (15%, n=43), that PWFM exaggerate the severity
of their symptoms (3%, n=7) or are pretending to be ill (1%, n=3). Most respondents
estimated that that diagnosis of FM takes up to 3 years (26%, n=73). Perspectives on
outcomes were unfavourable: Few believed that it is possible to cure FM (12%, n=33) or

effectively manage symptoms (38%, n=106).
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Figure 4.2.

Participant beliefs about and attitudes towards ME/CFS and FM
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Figure 4.2. Comparison of key measures across participant subgroups. Panels A and B show responses of
participants familiar with ME/CFS to questions concerning their beliefs about ME/CFS and attitudes
towards PWME, as well as their perspectives on living with, diagnosing, managing and treating the
condition. Panels C and D show responses of participants familiar with FM to questions concerning their
beliefs about FM and attitudes towards PwFM, and their perspectives on living with, diagnosing, managing
and treating the condition.
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4.3.2.2 Perceived knowledge, understanding and awareness of ME/CFS and FM

Figure 4.3 shows participants’ appraisals of their own knowledge and understanding, and
their ratings of public and healthcare professionals’ knowledge and awareness of ME/CFS
and FM. Overall, participants generally reported a low or average level of self-rated
knowledge and understanding of both ME/CFS and FM, encompassing its causes,
diagnosis, treatment, and management, though ratings are slightly more favourable in
the case of FM (see Figure 4.3, Panels A and B). Only 38% (n=107) of participants felt that
they had a good level of knowledge about FM, with fewest participants endorsing a good
level of knowledge about causes (20%, n=55). By comparison, 29% (n=68) of participants
indicated that they had a good or very good overall understanding of ME/CFS, while
fewest (16%, n=38) rated themselves as having a good level of knowledge about

treatment.

Participant ratings of public and clinician knowledge and awareness of both conditions
are predominantly poor. In the case of ME/CFS (Figure 4.3, Panel C) a small minority of
participants assessed the knowledge and awareness of healthcare professionals (6%,
n=15) and the general public (<1%, n=2) as good or very good. Similarly, only 3% (n=8)
endorsed good knowledge and awareness about FM among the public, and 6% (n=16)
among healthcare professionals (Figure 4.3, Panel D). Approximately one in four, and one
in three participants considered healthcare professionals to have an average level of

knowledge and awareness of ME/CFS and FM, respectively.
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Figure 4.3.

Participant ratings of knowledge and understanding of ME/CFS and FM
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Figure 4.3. Comparison of knowledge and understanding ratings across participant subgroups. Panels A and

C show responses of participants familiar with ME/CFS to questions concerning their own levels of

knowledge and understanding of ME/CFS (A) and their perception of knowledge and awareness among

healthcare practitioners and the general public (C). Panels B and D show the parallel responses of

participants familiar with FM.
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4.3.3 Exploratory Analyses

4.3.3.1 Knowledge and Understanding of ME/CFS

Chi square tests of independence were conducted to compare the beliefs about
aetiology, clinical management and ratings of knowledge and understanding of ME/CFS
among participants with a chronic illness (PwC, n=176) and those without chronic illness
(PwO, n=62), detailed in Appendix B5. While the largest proportion of PwC considered
the primary cause of ME/CFS to be biological, and the largest proportion of PwO were
unsure of cause, no significant association was found between having a chronic illness

and beliefs about aetiology.

Although participants with chronic illness were more likely to believe that the effective
management of ME/CFS is not possible (28%) than PwO (16%), both groups indicated
similar levels of uncertainty (43% and 44%, respectively), and no association between
health and belief was found. A small, significant association was found between health
status and beliefs about curing ME/CFS, x%(2) = 7.79, p = .02, Cramer’s V = .18, with PwO
generally being more optimistic, and PwC more pessimistic, about the possibility of
curing the condition (Figure 4.4, Panel A). There were no significant differences between
the groups in terms of self-rated overall understanding of ME/CFS, nor were there
differences in ratings of public knowledge and awareness, with both PwC and PwO rating

it as poor to very poor (93% and 87%, respectively).

A significant association was identified between illness status and ratings of healthcare
practitioner knowledge and awareness of ME/CFS, xy42) = 11.01, p = .004, Cramer’s V =
.21. A higher proportion of PwC rated healthcare practitioner knowledge as poor to very
poor (72%), and lower proportion as Good or Very Good (3%) compared to PwO (Figure
4.4, Panel B). These results remained significant after applying a Bonferroni adjustment

for multiple comparisons (a = .008).
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Given the observed differences between participants with and without chronic illness,
further exploratory analyses were conducted to compare the perspectives of
respondents with ME/CFS (PWME, n=55) to those with other chronic ilinesses but not
ME/CFS (n=121) as detailed in Appendix B6. Significant associations were observed in
participants’ beliefs regarding the aetiology and potential for curing ME/CFS (Figure 4.4,
Panel C and D). PwME were more likely to endorse a biological cause for the condition
compared to those without ME/CFS, x42) =17.1, p <.001, Cramer's V= .31, and they
were also more likely to disagree with the notion that the condition can be cured, y%(2) =
14.19, p <.001, Cramer's V = .28. A significant association was found between illness
status and self-rated knowledge and understanding of ME/CFS, x%(2) = 41.11, p <.001,
Cramer's V = .48, as well as between illness status and ratings of healthcare practitioners’
knowledge and awareness of ME/CFS, x%2) = 12.8, p =.002, Cramer's V= .27. Compared
to participants without ME/CFS, PWME were more likely to rate their own knowledge and
understanding as good or very good (64%) and were more likely to rate healthcare
practitioners' knowledge as poor or very poor (89%), as shown in Figure 4.4 Panels E and

F.
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Figure 4.4

The clinical management and perceived knowledge and awareness of ME/CFS among
participants with and without chronic illness.
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Figure 4.4. Exploratory comparison of responses among participants with chronic illness (PwC) and those
without chronic iliness (PwO), and between participants with ME (PwME) and with other chronic
conditions (Other Iliness) across chosen variables. Panel A show participants’ beliefs about the possibility of
curing ME/CFS, with a significant association between health and belief. Panel B shows ratings of clinician
knowledge and awareness, with a significant association between rating and health status. Panels Cto F
show significant between chronic illness type (ME or Other) and beliefs about the aetiology of ME/CFS,
aetiology, and ratings of own and healthcare professionals’ knowledge, understanding and awareness of
ME/CFS.
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4.3.3.2 Knowledge and Understanding of FM

Next, exploratory analyses were conducted to compare the beliefs and ratings of
knowledge and understanding of FM between participants with chronic illness (PwC,
n=195) and without chronic iliness (PwO, n=85), detailed in Appendix B7. A Bonferroni

Adjustment (a=.01) was applied for multiple comparisons.

Generally, PwC were more negative with regards to the possibility of effectively managing
and curing FM than PwO. As shown in Figure 4.5 (Panel A), most PwC disagreed that it
was possible to cure FM (49%), while the majority of PwO expressed uncertainty (61%). A
significant association between health status and beliefs about curing FM was found:
x4(2)=22.18, p < .001, Cramer’s V=.281. Similarly, participants without chronic illness were
more likely to express optimism or uncertainty about managing the condition, with only
15% believing effective management is not a possibility (Figure 4.5, Panel B). By contrast,
38% of those with chronic illness disagreed. The association between health status and

beliefs about management was significant: y42)=14.82, p< .001, Cramer’s V=.230.

Compared to PwC, fewer PwO rated their overall knowledge and understanding as Good
or Very Good or Average, and more rated it as Poor or Very Poor (Figure 4.5, Panel C). The
association between health status and understanding was significant, with a large effect
size was found: y%2)=67.25, p<.001, Cramer’s V= .490. Ratings of public knowledge and
awareness were not affected by health status, and both groups of participants rated
public knowledge and awareness as poor or very Poor (90% PwC, 89% PwO). A significant
association was found between health status and rating of healthcare practitioner
knowledge and awareness: y%(2)=26.39, p <.001, Cramer’s V= .307. As shown in Figure
4.5 (Panel D) compared to PwO, PwC appraised this more negatively and only 3%

considered it Good or Very Good.

Given the negative perceptions of healthcare professional knowledge and awareness of
FM, further exploratory analyses were conducted on a selection of demographic
variables, detailed in Appendix B8. Compared to participants without a diagnosis (n=21),
a larger proportion of participants with a diagnosis (n=174) rated HCP knowledge and
awareness as Poor or Very poor (66%) than those without (7.2%). Chi squared tests of
independence revealed a significant association between ratings of clinician knowledge

and diagnosis, with a small effect size: x3(2)= 9.95°, p=.007*, Cramer’s V= . 226, though
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the analysis is limited by difference in sample size. No significant association was found
for having experience with chronic illness other than one’s own (i.e. having a relative with
chronicillness, or knowing someone with chronic iliness), or having experience of
Fibromyalgia or Chronic Pain as opposed to other chronic illnesses, and presence of

multimorbidity as opposed to its absence.

Figure 4.5

The clinical management and perceived knowledge and awareness of FM among
participants with and without chronic illness

Perception of curing FM Perception of the effective
100 management of FM

f Partic
)
|
|
-

Self-rated knowledge and Perceived level of healthcare
understanding of FM professionals’ knowledge and
awareness of FM

Figure 4.5. Exploratory comparison of responses among participants with chronic illness (PwC) and those
without chronic iliness (PwO) across chosen variables. Panels A and B show participants’ beliefs about
curing and managing FM, with a significant association between health and belief in possibility of a cure (A)
and effective management (B). Panel C shows self-rated level of knowledge and understanding of FM
among participants with and without chronic illness, with a significant association between health status
and rating. Panel D shows participant health status and perception of healthcare professionals’ knowledge
and awareness of FM, with a significant association between the variables.

87



4.4 Thematic Analysis

Each participant subgroup was asked to answer a question regarding the challenges
faced by individuals living with either ME/CFS or FM. Inductive thematic analysis was
conducted on the responses of each participant group, and findings are presented in two

separate sections below.

4.4.1 Challenges faced by People with ME/CFS

Of the 238 participants familiar with the condition ME/CFS, 219 provided examples of the
challenges they perceived are faced by PWME. These responses were categorised into
ten themes and grouped under four overarching types of challenges, presented in Figure
4.6 and discussed below. The four challenges identified were (1) Living in the clutches of
ME, which captures the profound impact of ME/CFS on PWME, (2) Everyone gets a bit
tired, which captures societal attitudes, assumptions and beliefs about ME/CFS and
PWME, (3) Navigating the knowledge gap, which reflects a lack of knowledge about
ME/CFS, and (4) Paying the price of ignorance, which reflects consequences of poor
knowledge and understanding on PWME, both clinically and in social contexts. A selection

of illustrative responses is provided in Table 4.3.
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Figure 4.6

Perceived challenges faced by PWME and associated themes.
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4.4.1.1 Challenge 1. Living in the clutches of ME/CFS

The first set of challenges faced by PWME related to the direct impact of ME/CFS on their
wellbeing and daily lives. These challenges include living with inescapable symptoms,
primarily persistent exhaustion and post-exertional malaise, and the impacts of ME/CFS
beyond exhaustion, such as the effects on activities of daily living, family life and socio-

occupational functioning as well as secondary effects on mental health and wellbeing.

Theme 1.1 Inescapable symptoms

Many participants, both those with and without chronic iliness, identified severe,
debilitating and inescapable symptoms as the primary challenge faced by PWME. They
identified a myriad of complex symptoms, including persistent fatigue, post-exertional
malaise, pain, physical discomfort, and cognitive difficulties often described as "brain
fog”. Some emphasised that fatigue in ME/CFS is not akin to tiredness, and is better
characterised as an all-encompassing and life-ruining exhaustion (e.g., “The feeling of

being tired all the time, and | don’t mean normal tired, | mean so tired that it makes you
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cry but even then you don’t have the energy to cry because you literally exhausted to the

point where you just collapse”)

Theme 1.2 Beyond exhaustion

Many participants also identified challenges that extend beyond the immediate
symptoms of ME/CFS, noting the widespread effect it has on individual’s lives, including
daily activities, family lives and socio-occupational functioning. They noted the chronic
and unpredictable nature of the condition as a significant burden, suggesting that these
features pose a barrier to understanding, diagnosing and managing ME/CFS. Some
discussed the inter-related nature of symptoms, particularly exhaustion, pain and low
mood. They also acknowledged the difficulty posed by the invisible nature of the
ME/CFS, recognizing how this impairs appreciation of the impact of the condition (e.g.,
“Also that it is an invisible disability in many cases - the whole "but you don't look sick!"

spiel”).

Theme 1.3 A shrinking life

Participants often recognised that PwWME struggle to “live a normal life” and sustain social
connections due to the nature of symptoms, highlighting isolation as a major challenge
experienced by PwWME. Some participants, particularly those with chronic illness,
described the psychological toll of living a shrinking life and likened this experience of

being in a state of “living death”.

Theme 1.4 A game of “Snakes and Ladders”

Some participants recognised that managing and coping with the condition is a
significant hurdle faced by PwME, noting that learning to manage symptoms requires
substantial trial and error. Several participants identified pacing as the key strategy for
energy conservation and prevention of post-exertional malaise, but noted that this is an
unpredictable science. As described by one participant, “ME is a game of Snakes and
Ladders, and there’s always a crash awaiting when you least expect it”. Several
participants also referred to loss associated with the condition, and how learning to
manage ME/CFS also necessitated learning to cope with a new life. This sentiment was
often shared by participants with chronic iliness, who discussed feeling that ME/CFS

rewrites life narratives (e.g., “it robs you of things some people can take for granted”).
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4.4.1.2 Challenge 2. Everyone gets a bit tired

The second group of challenges identified pertains to societal attitudes, beliefs and
assumptions about ME/CFS and PWME, reflecting a general lack of understanding of the
severity and impact of the condition. This includes the perception that ME/CFS is

psychogenic in nature, and that PWME are feigning their illness.

Theme 2.1 Mind over malady

Participants frequently identified poor understanding and faulty perceptions about
ME/CFS as a major challenge faced by PWME. Most commonly, they highlighted that
PwWME may appear healthy, leading others to conclude that they are exaggerating or
malingering, and that PWME should “get over” a condition that is “all in the mind”. As put
by one participant, “They are not believed. If recognised at all then their illness is often

categorised as being "in their heads".

Theme 2.2 Concealed Laziness

Much like the assumption that ME is ‘in the head’, many participants noted that PwWME
are often branded as lazy or perceived to be lacking willpower. Many participants noted
that having to fight such stereotypes in both clinical and personal encounters is a
significant challenge faced by PWME (e.g., “Getting doctors to accept that your symptoms
are real and that you aren't "lazy" or "not trying hard enough””). Such perceptions can
lead PWME to doubt the validity of their illness, whereby derogatory attitudes are
internalised (e.g., “Sometimes you will think this yourself which is worse”). Some
highlighted others’ naive understanding of ME/CFS as a condition where one is “a bit
tired” and can therefore be resolved with sleep and determination. One participant
attributed this to the deceptive terminology of Chronic Fatigue Syndrome: “The name

CFS, just concentrates on fatigue which people universally think is cured by a rest.”
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4.4.1.3 Challenge 3. Navigating the knowledge gap

The third category of challenges identified by participants relates to the informational
gaps about ME/CFS among the public and clinicians, including a lack of knowledge about
the aetiology and suitable treatments for the condition, stemming from a lack of

biomedical research.

Theme 3.1 Public Ignorance

In addition to poor understanding, many participants identified a lack awareness of
ME/CFS among the public as a challenge faced by PWME (e.g., “Lack of real
understanding of CFS/ME among the general population, understandable perhaps”).
Some participants noted that the knowledge held by the public is inaccurate, stemming
from the widespread belief that ME/CFS is a psychogenic condition. As noted by one
participant, “[The] Public are ignorant about the condition. Lack of respect for people with

ME”.

Theme 3.2 A medical blind-spot

Many participants also emphasised the challenges faced by PWME in the context of
healthcare. They identified ME/CFS as a medical blind-spot, noting a lack of specialist
clinics and ME consultants as a challenge faced by PwME. Further, a lack of accurate
medical knowledge about ME/CFS was identified as a key issue by participants, who
generally perceived clinicians to be inexperienced, disinterested and lacking awareness
of the complexity and interconnectedness of symptoms. The failure of medical schools to
educate clinicians on ME/CFS was often acknowledged (e.g., “Medical Professionals total

ignorance of the condition. Their laziness at willing to study and learn about this illness.”).

Several participants also described a cycle of misinformation which has resulted in
inadequate research into the pathophysiological mechanisms and treatments of ME,
contributing to a gap in knowledge among health professionals and the public. As
explained by one participant, “Following years of (sometimes aggressive) misinformation,
for example the claim that ME is a psychiatric disorder, there hasn't been enough

research into causes and treatments and funding for research hasn't been adequate”.
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A number of participants attributed this lack of research to gendered assumptions, for
example “My sense is women predominantly suffer from these conditions and as a result
there is little effort put into research on or learning of the conditions”. Several
participants also critiqued the involvement of mental health professionals in the space of
ME/CFS (e.g., “lack of research money for proper biomedical research of ME/CFS and

allowing Psychologists to be involved with a biomedical illness.”)

4.4.1.4 Challenge 4. Paying the price of ignorance

The final category of challenges faced by PWME relates to the consequences of poor
knowledge and understanding in both social and medical settings. Such consequences
include a lack of suitable healthcare services, medical mismanagement, as well as the

personal impact of being disbelieved.

Theme 4.1 The weight of disbelief

Participants most often stated that the major challenge faced by PwME is “not being
believed” as well as a general lack of empathy from both clinicians and the public. Some
participants noted that PwWME are often alienated and discriminated against by others,
and left to “fend for themselves”, contributing to loneliness, isolation and depressive
states. This was attributed largely to a poor awareness and understanding of ME/CFS
(e.g., “because it can't be seen by the eye, it is ignored by doctors and society”).
Participants also recognised PWME are “fobbed off” in healthcare settings, and face
“Medical scepticism and gaslighting which in turn negatively impacts societal empathy

and support.”

Theme 4.2 Uncertainty in care

Many participants highlighted finding the “right” doctor and receiving support is a
significant challenge faced by PWME (e.g., “finding a doctor who doesn’t believe that ME
is psychological, finding a doctor that understands that exercise is not a treatment and
can be dangerous”). Overall, the process of seeking and receiving care was perceived to
be filled with uncertainty, particularly with regards to diagnosis, treatment and
management. Participants frequently identified “getting a diagnosis” as a key challenge
and recognised difficulties like navigating the welfare system and accessing adaptive
technologies (e.g., “Lack of access to adaptive care such as wheelchair or scooter”).

Several participants recognised that achieving a diagnosis is complicated by assumptions
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about the aetiology of ME (e.g., There is a widespread belief among medical
professionals, that ME isn't a physical condition which prevents patients from receiving a
diagnosis.”) and commented on a lack of specialist clinics and consultants for ME in
Ireland (e.g., “Dr's unaware and unable to understand diagnosis, with nowhere to refer us

to get good sensible management advice and follow-up treatment”).

Some participants also raised concerns about iatrogenic harm emerging from clinician’s
limited knowledge of post-exertional malaise. As highlighted by one participant, a
challenge for PwWME is the “Lack of understanding that patients can get worse potentially
permanently if they are pushed too hard (or push themselves too hard)”. The use of
outdated clinical guidelines, based on faulty research, was discussed by several
participants. For example, referring to the PACE trials, one participant commented that
“the study that recommended this approach was severely compromised and this
approach is actively disliked by patients with CFS/ME as it has caused more harm than

good”.
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Table 4.3

Perceived challenges faced by PWME

Theme Subtheme

Example Quotes

Challenge 1. Living in the Clutches of ME/CFS

1.1 Inescapable Life ruining exhaustion “Tiredness, fatigue, emotional stress and anxiety, pain, uncertainty, struggling to experience

symptoms life”
“Life-ruining severity of symptoms, inescapable exhaustion and brain fog causing extremely
low capability of almost any exertion (including conversation and completing basic low-
effort tasks).”

1.2 Beyond exhaustion An intractable illness “I sincerely hope one day people will recognise the word chronic isn't used lightly in

It ebbs and flows
You don’t look sick

A cycle of symptoms

illnesses.”

“One day headache, next minute pain and brain fog. Inconsistent.”
“It's also invisible and people don't understand it”

“Cyclical nature of challenge- exhaustion creates mental health problems creates
exhaustion.. And so on”

1.3 A shrinking life Trying to live a normal life

Sustaining connections

Psychological toll

“Keeping up a daily regiment, performing general tasks, maintaining social circles”
“Disability- unable to work or socialise, difficulty daily basics of living. Living death.”

“Missing out on social events and time with family. Keeping on top of housework etc”

“You become depressed by circumstances, by the manner in which this is shrinking your
life. You may no longer be able to work but you have a mortgage so you push through the
working day and crash every evening. Your social life & therefore, your support network,
shrinks. Your GP will tell you that you are ticking every box for depression and would you
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Theme Subtheme

Example Quotes

consider antidepressants. You do not need anti-depressants, you are not depressed. You
are sick.”

1.4 A game of snakes and  Finding the right pace
ladders

Losing control

Rewritten narratives

“Managing the condition- the only treatment | have heard for CFS/ME is the individual
pacing themselves, listening to their body and resting as required”

“There will be periods of time, sometimes weeks and even months when you are fine and
you begin to believe you’ve turned a corner but ME is a game of Snakes and Ladders and
there’s always a crash awaiting when you least expect it. It’s hard not to be angry but you
do learn to live with it.”

“The fact that it's often triggered by many different conditions, or happenings, and there's
a lot of waiting to see if it clears up or changes over time.”

“Do something that seems innocuous and end up floored with PEM. There's an invisible
tolerance line that your body can handle for cognitive, physical, emotional or social activity.
That line changes and you've absolutely no idea where it is until you fail..”

“The biggest challenge is accepting that your old life is over. You have to grieve it, accept
the new reality and move forward. This takes a long time and a professional counsellor is a
great advantage.”

Challenge 2. Everyone gets a bit tired

2.1 Mind over malady All'in the head

“Socially people assume they are exaggerating or it's all in their heads.”

“GPs not clued in and taking symptoms to be 'in the mind', mistaking fatigue for depression

”

2.2 Concealed laziness A lack of will

“There will always be a sense that some people think you are just being lazy. Sometimes
you will think this yourself which is worse.”

“Perception it is easily treatable with enough willpower”
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Theme Subtheme

Example Quotes

Challenge 3. Navigating the knowledge gap

3.1 Public Ignorance Public knowledge and
Understanding

“People don’t understand that this kind of fatigue is debilitating. People don’t understand
that it ebbs and flows so you can be ok one day or for one part of a day, but that the energy
you expend to attend an event/activity can mean you crash for days/weeks afterwards”

3.2 Amedical blind spot ~ Doctors lack knowledge
and experience

Failed by medical school

Misinformation

“Lack of understanding that patients can get worse potentially permanently if they are
pushed too hard (or push themselves too hard)/can’t rest enough and similar”

“Medical professionals lack knowledge and training, time and empathy”

“No medical research into causes and treatments, doctors not being taught about it,
doctors still labelling symptoms as psychological”

“Poor knowledge of ME/CFS amongst Medical practitioners”

Challenge 4. Paying the price of ignorance

4.1 The weight of Fobbed off by others
disbelief

Alienation

“Patients presenting with symptoms aren't believed or taken seriously, especially if they're
female”

“Disbelieved, dismissed and medical professionals and members of the public lacking
empathy “

“They get fobbed off by the "experts" who give up easily on their struggles because these
experts don't understand it either so it's easier to just forget about them.”

“rejection and gaslighting both socially and from medical workers not informed about the
realities of CFS/ME”.

“Lack of understanding & support throughout the medical community. Therefore lack of
understanding & empathy among lay people. Leading to isolation & loneliness & depressive
states.”
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Theme Subtheme

Example Quotes

4.2 Uncertainty in care Getting the right doctor

Medical mismanagement

Faulty guidelines

Understanding own
symptoms

“Finding a doctor who doesn’t believe that ME is psychological, finding a doctor that
understands that exercise is not a treatment and can be dangerous”

“It takes time to get the right medial person to continue to work through the diagnosis.”

“Medical mismanagement (forced to exercise, limited access to therapy, limited access to a
few knowledgeable staff)”

“It is too easy to assume they are depressed or malingering. There are no tests that can
confirm the diagnosis, so doctors follow a checklist, once convinced the person is really
suffering.”)

“One visit and you are sent back to your GP with guidelines to follow the treatment that
doesn’t really exist”

“The UK published (now discredited, cognitive behavioural therapy and graded exercise
therapy) guidelines on how to treat ME which were totally detrimental to the health of
many ME sufferers who attempted to follow them. Although discredited this study still
seems to form the basis of treatment for ME.”

“Struggling to understand why they feel the way they do because of a lack of knowledge
from others including health professionals”

98



4.4.2 Challenges faced by People with FM

All 280 participants familiar with FM provided responses to the open-ended question
concerning challenges faced by PwFM, but thematic analysis was conducted on the
responses of 270 participants. While all participants responded to the open-ended
question, responses of 10 were excluded for the following reasons: 1 participant did not
directly identify perceived challenges faced by PwFM (“Yes, definitely”) and 9 expressed
a lack of knowledge about the topic (e.g. “no idea”). As shown in Figure 4.7, five themes
and three broad categories of challenges faced by PwFM were identified from
participants’ responses. The three overarching challenges were: (1) Living in Constant
Pain, which captures challenges directly related to Fibromyalgia Syndrome and the
theme Living with a painful and exhausting condition which reflects the characteristics of
FM, its impact, and efforts at coping with and managing the condition; (2) Facing
misconceptions, which captures challenges related to other’s perspectives on FM and
includes two themes: Written off as “all in the mind”, referring to the underlying beliefs,
preconceptions and attitudes held by individuals regarding FM, and Making sense of an
invisible illness, which reflects suboptimal knowledge and understanding of FM and its
consequences; and (3) Navigating healthcare, which captures the challenges arising in
the context of healthcare and includes two themes: Shooting in the dark; a theme
concerning practical aspects such as service availability, quality of care, and the clinical
management of FM and Facing a lack of compassion, a theme concerning interpersonal
relationships in the context of healthcare, including consultation dynamics and the

patient-clinician interaction. A selection of illustrative quotes are presented in Table 4.4
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Figure 4.7

Perceived challenges faced by PwFM and associated themes.
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4.4.2.1 Challenge 1. Living in constant pain

The first set of challenges faced by PwFM related to their experience of living with
chronic and fluctuating widespread pain, and the impact of the condition across all

domains of living.

Theme 1.1 Living with a painful and exhausting condition

Difficulties arising from the nature of FM were perceived as a key challenge faced by
PWFM. Most participants recognised the key symptoms and qualities of the condition,
the burden of illness and individuals” ongoing efforts to cope with and manage
symptoms. Chronic widespread pain, fatigue, cognitive difficulties and other non-specific
symptoms were frequently identified, and participants often referred to FM as a
disabling and invisible illness (e.g., “You look okay, but can be suffering. It's an invisible
illness”). Participants also noted that the persistent, unpredictable and subjective nature
of symptoms was a challenge for PwFM. As noted by one participant, PwFM can
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experience “Difficulties in explaining the symptoms that can be mostly referred to as

subjective experiences and feelings, rather than those physical identifiable.”.

Several participants also emphasised the challenge of living with dynamic disability, for
example, “The varying pain levels and thresholds (i.e., how it was comfortable to sleep
yesterday, may not be comfortable today), mobility and access to disability services
(because sometimes on a good day you can walk to the store, that must mean you don't

NEED a wheelchair)”

Many respondents also noted that the impact of FM extends beyond the immediate
experience of symptoms. The transformative impact of FM was widely recognised by
participants, who described the condition as life-altering and profoundly disruptive
across all domains of functioning and individuals’ sense of self. (e.g., “The loss of their "
normal " life. Having to give up work, hobbies, socializing, traveling, activities with family
and friends. Feeling of letting people down when you have to cancel plans last minute.”).
The inconsistency arising from fluctuating symptoms was associated with difficulties in
holding down a job and maintaining social connections, and many participants
acknowledged the psychological toll of living with a painful and exhausting condition.
PWFM were perceived by some participants as being of the mercy of their iliness (e.g.,

“fibromyalgia dictates to the patient how their day will be”).

Accepting, coping with and managing the symptoms of FM were perceived as a
significant challenge by many, who highlighted that “learning to live with the condition is
an ongoing battle”. Several participants noted that learning to manage FM is a
substantial burden for PwFM, and highlighted that the variability and complexity of
symptoms and triggers make the condition particularly challenging to manage. As put by
one participant “It is a painful and exhausting condition, and people with the condition
just don't have the energy to pursue diagnosis, treatments, management strategies, or
advocate for themselves”. A few participants also noted the challenge of maintaining
positive outlooks while living under the pressure of relentless symptoms (e.g., “ [The
challenge of] managing it in your mind more than the physical symptoms, always trying

to be positive in order to outweigh the negatives”)
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4.4.2.2 Challenge 2. Facing misconceptions

Participants often identified public and healthcare practitioners’ beliefs and
misconceptions about FM as a challenge to individuals living with the condition. They
highlighted that debates about the legitimacy and validity of FM result in PwFM

experiencing dismissal and disbelief in personal, occupational and healthcare settings.

Theme 2.1 Written off as “all in the mind”

The most frequent challenge discussed by participants is the disbelief experienced by
PwWFM. Many participants discussed issues of credibility, and noted that PwFM are not
taken seriously, particularly in the absence of overt signs of suffering. As put by one
participant, “no one believes you are in so much pain all the time”. Several participants
also commented on broader gender-related issues (e.g., “GPs don't believe women as
much as men”), highlighting the complexity of the challenge faced by PWFM.

Many participants perceived public and clinician assumptions about the aetiology of FM
as an obstacle for PWwFM. They frequently stated that FM is assumed to be psychological,
and that others therefore question its legitimacy as a “real” clinical entity. References to
FM as “in the mind” were common, in tandem with gendered assumptions about the
illness. As stated by one participant “the myth that it is 'in the mind' is still around - also
among doctors in Ireland”. Some participants also suggested that such attitudes arise
due to the invisible nature of symptoms (e.g., “It is easy for medical professionals and the
public to assume it is a psychological issue, since they can't actually see anything (i.e. the
sufferer looks well.)”).

A related challenge raised by participants was the stigmatisation and discrimination faced
by PWFM, who were seen as being judged unfairly by others. Participants often felt that
PwWFM are often judged unfairly by others (e.g. “Lack of understanding, discrimination,
bullying, accusations of being lazy or looking for an excuse to justify perceived laziness,
labelled as hypochondriacs who are lazy and wound up”). A few participants linked
societal attitudes and perspectives on FM to the dismissive attitudes of clinicians. As
stated by one participant, a challenge is “Medical scepticism & gaslighting which in turn

negatively impacts societal empathy & support.”.
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Theme 2.2 Making sense of an invisible illness

An added challenge highlighted by participants concerned barriers to sense-making,
particularly the lack of knowledge, biomedical research and consequently understanding
of FM. Many participants expressed the view that people do not understand FM and
highlighted a lack of general awareness about FM among clinicians and the public (e.g.,
“Medical professionals don't have an appropriate level of understanding of fibromyalgia.
The general public has hardly any understanding of it.”). This was often attributed to the

fact that FM is an invisible illness.

Participants often perceived significant informational gaps about FM among healthcare
providers, highlighting this as a significant challenge for PwFM in healthcare settings.
Several critiqued the quality of medical education and training and referred to limitations
of the biomedical model. For example, one participant identified a challenge as “GPs not
being taught about it in school, GPs taught to not believe their patients and that
unexplained symptoms must be psychological”. Given the biomedical focus on evidence,
a lack of objective diagnostic markers was seen as reflective of poor knowledge and
understanding of the condition more generally, and as stated by one participant, the

condition “Requires more research”.

Several participants highlighted the repercussions of ignorance on the wellbeing of
PwWFM. Informational deficits were seen as resulting in a neglect of patient needs and
underappreciation of the widespread impact of FM on patients. Many participants noted
that a lack of knowledge and awareness directly contributes to a lack of appropriate and
timely supports for PwFM, as well as missed opportunities to intervene. For example,
one participant highlighted that “The lack of effective treatments means that individuals
with fibromyalgia have to 'wait out' the particularly painful periods and just wait for their
symptoms to subside.”. Several other participants noted that PwFM often need to seek
alternative supports and treatments, resulting in financial strain (e.g., “My mother has
had to spend thousands trying to get answers here and abroad with little support from

Drs, consultants and "experts" in the field.”)
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4.4.2.3 Challenge 3. Navigating Healthcare

The third broad type of challenges identified by participants concerns the healthcare

journeys of PWFM, particularly the issues faced when navigating healthcare.

Theme 3.1 Shooting in the dark

Many participants identified the practicalities of navigating healthcare as a challenge
faced by PwFM, including issues with quality of care, the diagnostic journey and long-
term management of FM (e.g., “Proper health care, prescription medications for other
conditions prescribed incorrectly, no medical follow up, not enough real information on
how nutrition and exercise can help”). Many commented on a “trial and error” approach
to diagnosis and treatment, recognizing that a diagnosis of FM is often made when other
explanations for symptoms fail. They often noted that FM is a “catch all” diagnosis, and
there was a sense that clinicians are shooting in the dark. Most participants perceived
the diagnostic journey to be lengthy and involving a process of elimination. For example,
one participant stated that a challenge for PWwFM is “Diagnosis by exclusion (i.e., having
to do every, absolutely exhaustive test before fibromyalgia even becomes an option).”
Only one participant suggested that the diagnostic process is curtailed, contributing to
the over-diagnosis of FM: “Personally | feel fibromyalgia is often over-diagnosed as its
supposed to be an elimination process to discount many other potential diagnosis first,

but often very few are ruled out before fibromyalgia is thrown at a person.”

Similarly, many participants described the treatment of FM as a process of trial and error.
They often commented on a lack of curative or standardized treatment, noting that little
is done beyond symptom management (e.g., “No set treatment so it’s hard to find
something that works”). Several participants perceived this to be a significant added
burden for PWFM. As stated by one participant, PwFM face “A lack of clarity in their
experience with healthcare and constant trial and error in their treatment on top of their
pain and tiredness”). Many participants noted that the healthcare journeys of PWFM are
filled with uncertainty, and unmet needs for support in healthcare and beyond were
widely identified (e.g., “Hard because there are not many supports and resources as far

as | know.”).
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Theme 3.2 Facing a lack of compassion

In addition to the practical aspects of healthcare, participants identified inter-personal
relationships as a challenge in faced by PwFM in their journey. Participants often alluded
for a need for person-centered care and made statements about PwFM struggling to be
seen, heard and treated with respect and empathy (e.g., “the lack of empathy from the
very people who should be able to help you.”). They echoed the sentiment that “Doctors
don’t listen” and noted that clinicians appear disinterested in FM more generally (e.g.,
“When other conditions are ruled out people and medical professionals seem to care
less.”). Referring to the patient-clinician alliance, one participant stated that PwWFM are

faced with “professional hostility.”
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Table 4.4

lllustrative quotes for challenges faced by PWFM.

Theme Subtheme

Example Quote

Challenge 1. Living in constant pain

Constantly changing
disparate symptoms

1.1 Living with a painful
and exhausting
condition

Fibromyalgia dictates
the day

A constant battle

“pain every day; fatigue and brain fog; judged unfairly by others; sleep disturbance; unable to
control body temperature ie either too cold or too hot; feel very left to manage it myself with
no supports”

“Every day life can be hard because you can not plan anything in advance as you never know
how you will feel on that day.”

“life slowing down due to pain”

“Stress management. Pain management, Sleep management. Coming to terms with a limited
life. Pacing oneself, Pacing oneself, busy day/slow day. No motivation as one realises when
one gets busy so does the fibromyalgia kicks in. It is a constant fight to fight off debilitation
and pain, exhaustion.”

“It is difficult to manage because many things can trigger or affect it, for example stress and
stress is not easy to avoid. It takes a long time to learn how to cope and manage it
effectively.”
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Theme

Subtheme

Example Quote

Challenge 2. Facing misconceptions

2.1 Written off as “all in

the mind”

Nobody believes you

The myth of mental
illness

Judged unfairly

“Being believed, because a smile can seem like we have no pain whatsoever and that
because we look okay then we must be fine”

“Medics don’t believe it exists so it’s luck with finding someone who does”

“Doctors assume people (especially women) presenting with symptoms are exaggerating or
are experiencing mental illness.”

“Also not easy to explain to friends and family and some people dismiss it, you can face the
same stigma and discrimination as people with mental health challenges face”

2.2 Making sense of an
invisible illness

People don’t
understand it

Doctors don’t know
about it

The repercussions of
ignorance

“overall lack of empathy or understanding of the condition within society, many people don't
know what fibromyalgia even is or haven't even heard of the term”

“Medics knowledge/Understanding. Patient understanding pain and how it affects the body
and mind. Knowledge of both doctors and also patient is key”

“the poor understanding of the public, including family, who cannot mobilize appropriate
support in their lack of understanding”
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Theme Subtheme

Example Quote

Challenge 3. Navigating Healthcare

3.1 Shooting in the dark  When all else fails

Treatment by trial and
error

Left In the shadows

“I know someone who has this. It was very difficult to get a diagnosis in the first place even
though they were experiencing significant pain. Doctors often misdiagnose these symptoms
in women attributing it to things like period pain. It is not well understood and even if you
get a diagnosis you probably won't ever know the cause.”

“Inconclusive tests, frustration at lack of understanding or help, trial and error treatment”

“Insufficient research and treatments, insufficient concern among medical profession,
insufficient supports (medical, workplace, etc.), inability to access/difficulty accessing social
welfare supports, mental health impacts of the symptoms {...)”

“Uncertainty that appropriate care will be provided”

3.2 Facing a lack of To be seen and heard
compassion

A call for empathy

“Getting a health professional to listen and not tell you it's all in your head or that you need
to lose weight.”

“lack of care and concern among medical community and lack of supports for people
suffering this horrid, life-altering pain and fatigue.”

“Medical professionals lack of knowledge and lack of empathy”
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4.5 Discussion

The present mixed-method cross-sectional survey sought explore the perspectives of a
sample adults familiar with ME/CFS and FM in Ireland, with a focus on their knowledge
and understanding of the conditions, as well as the challenges faced by persons living
with them. While the conditions are distinct, similar trends in participants’ responses
were observed for both. Together, the results suggest cognisance that the conditions
ME/CFS and FM are distinct from the symptoms of chronic fatigue and chronic pain, a
good awareness of the symptom profile of ME/CFS and FM, and a rich understanding of
the challenges faced by PwME and PwFM in both social and healthcare settings. The
findings also indicate that respondents aware of these conditions were attuned to the
misconceptions surrounding both conditions, particularly regarding assumptions about
their psychogenic nature, and the consequent discrediting of patients as suffering from a
“real” condition. In contrast to ample literature reporting negative attitudes and beliefs
towards ME/CFS, FM and PWME and PwFM, reviewed in Chapter 3 (e.g., Section 3.4.1.5),
both conditions were recognised as legitimate, and individuals living with them were not

assumed to be exaggerating or feigning illness.

Furthermore, participants also highlighted challenges related to diagnosis, treatment and
management of ME/CFS and FM, generally demonstrating pessimistic outlooks on the
clinical management of both conditions. Relatedly, and most strikingly, results indicated
a deep distrust of healthcare practitioners among the public, with only a small fraction
perceiving their knowledge about and awareness of either condition as good or very
good. While participants were aware of the shortcomings of medicine and the healthcare
system, particularly with regards to diagnosis and service availability or accessibility, they
were often highly critical of medical professionals” attitudes towards patients with PwFM
and PWME, highlighting a need for more humility, compassion and empathy in healthcare

as well as more emphasis on biomedical research.

4.5.1 Understanding of ME/CFS and FM

As mentioned, the results of this survey suggest that adults in Ireland who are familiar
with the clinical entities ME/CFS and FM possess a good level of understanding of the
complex symptom profile and the personal, social and fiscal impacts of each condition.

This mirrors the accounts of PWME and PwFM which extensively document highly
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heterogenous and fluctuating symptoms, their impact on health-related quality of life
(Galvez-Sanchez et al., 2019; Vyas et al., 2022) as well as the experience of biographical
disruption and loss (e.g., Asbring, 2001; Brown, 2018, 2021; Eaton-Fitch et al., 2020;
Fennell et al., 2021; Larun & Malterud, 2007; Warner, 2017). The good recognition of
these issues by respondents is encouraging, but also somewhat surprising given that
patients often highlight others’ ignorance, as discussed in Chapter 3. Given the sampling
strategy employed in this study, the favourable results most likely reflect the views of
individuals with a higher level of knowledge or more personal investment in these

conditions, rather than those of the general population.

The results also suggest a good awareness of the challenges emanating from the
“contested” nature of both conditions, namely the misconception that they are
psychosomatic or psychogenic in nature, and the negative imprint it leaves on patients’
social and healthcare experiences. Not only was public knowledge and awareness
appraised to be very poor, the qualitative findings emphasised how negative societal
attitudes and rejection a major challenge faced by individuals with both conditions.
Namely, results highlighted the issues of stigma, invalidation and disbelief, and the
historically problematic narrative that that ME/CFS and FM are “all in the mind”, or that
patients are lazy or lacking willpower. This is aligned with existing literature which
highlights debates about the aetiology of “medically unexplained” illnesses (e.g., O’Leary,
2018) and the consequent stigmatisation, dismissal and delegitimation of PWME (e.g.,
Anderson et al., 2012; Asbring & Narvanen, 2003; Hunt et al., 2024; Larun & Malterud,
2007; Tschopp et al., 2023) and PWFM (Briones-Vozmediano et al., 2018; Juuso et al.,
2011; Ko et al., 2022; Oldfield et al., 2018; Sallinen et al., 2019). Additionally, participants
noted that the experience of stigma in social and healthcare settings can lead to the
internalisation of negative attitudes by PwFM and PwME, resulting in self-doubt and
additional psychological distress. Such impacts of repeated stigmatisation on self-
concept are well-described, particularly in the context of concealable or invisible illness
(Earnshaw et al., 2012; Earnshaw & Quinn, 2012; Quinn & Chaudoir, 2015; Quinn &
Earnshaw, 2013).

Interestingly, while the aforementioned negative views and assumptions about ME/CFS

and FM were not shared by the respondent sample, and many considered both to be
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primarily organic, there was also a large degree of uncertainty about the aetiology of
each condition. In the case of FM, just over one in seven participants considered the
primary cause to be psychological, which could suggest a broad shift away from
psychosocial explanations of pain, or a growing appreciation of the complex physiological
changes associated with the condition (e.g., Clauw et al., 2024; Ovrom et al., 2023). By
comparison, a smaller proportion of participants indicated that the primary cause of
ME/CFS is psychological, and participants with lived experience of chronic illness
including ME/CFS were more likely to endorse the biological explanation for the illness.
Similar trends have been noted in the literature whereby patients identify an infection-
related, typically post-viral, origin of their condition (e.g., Angelsen & Schei, 2024)
despite clinicians” assertions that is it psychosomatic in nature (e.g., Hng et al., 2021,
Tschopp et al., 2023). Given the growing body of evidence which links a history of
infection with increased risk for developing ME/CFS (Lacerda et al., 2019) and
demonstrates that ME/CFS is a complex, multisystemic illness (e.g., Schreiner et al.,
2020; Sotzny et al., 2018), it appears that patients in this study also have a more accurate
understanding of their illness than the general public and clinicians. Generally, the
recognition of a biological aetiology among respondents signifies a positive step forward,
perhaps as a reflection of a growing understanding of post-viral syndromes in light of the
COVID-19 pandemic. With the growing recognition of Long-COVID in both medical and
public discourse, it will be interesting to observe whether patient, public and clinician

beliefs about the aetiology of ME/CFS become more aligned with time.

4.5.2 Diagnosis, treatment and management

Despite their familiarity with these conditions, respondents indicated having a
comparatively low self-rated understanding of the diagnosis, treatment and
management of FM and particularly ME/CFS. However, the findings suggested that they
had a largely accurate understanding of the challenges associated with the clinical
management of both. The diagnostic odyssey was seen as a significant additional burden
for PwWME and PwFM, and both conditions were considered as more difficult to diagnose
than other chronic illness. Findings highlighted that the lack of objective tests and
biomedical understanding of both conditions were a barrier to obtaining a diagnosis, and

consequently appropriate care. This interpretation is closely aligned with the reality
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reflected in patient accounts throughout the literature, as well as the concerns expressed

by healthcare providers (see Chapter 3, Section 3.4.1.2 and Section 3.4.2.2).

Briefly, many studies highlight that misdiagnosis and delayed diagnosis of FM are
common, with patients reporting delegitimising experiences when standard medical tests
do not identify an organic cause for their symptoms (Baron et al., 2014; Boulton, 2019;
Goldenberg, 2009). Similarly, in the context of ME/CFS, diagnosis is often a protracted
process that involves the exclusion of other illnesses (Conroy et al., 2023) as well as the
involvement of numerous clinicians (e.g., Tidmore et al., 2015). The recognition of
diagnostic delays was evident in participants’ estimates regarding time to diagnosis,
which was most often estimated to take up to three or five years for both FM and
ME/CFS. While broadly accurate, this is slightly below estimates recently published Irish
data from European ME Alliance Survey (Angelsen & Schei, 2024) which indicate that the
average time to diagnosis as 5.5 years for women, and 3.9 years for men with ME/CFS.
At present, there are no reported data regarding the prevalence of FM or the diagnostic
trajectory of PWFM in Ireland, but some international data suggests that it can take

between 2 and 6 years (Choy et al., 2010; Gendelman et al., 2018).

Interestingly, while participants felt that both conditions were more difficult to diagnose
than other chronic illness, a larger portion of participants felt it was more difficult to
diagnose FM than ME. While the survey did not seek explanations for such ratings, it is
possible that the high incidence of pain across various chronic conditions complicates the
identification of its specific aetiology. As suggested by others, the heterogenous
symptom profile of FM, the frequent presentation of chronic pain alongside other
conditions, and lack of defined clinical pathways often result in a burdensome diagnostic
experience (e.g., Galvez-Sanchez et al., 2019; Hauser et al., 2017; Mengshoel et al., 2018;
Wilson et al., 2022).

Additionally, the findings of this study paint a largely pessimistic view of the treatment
and management of ME/CFS and FM among the respondent sample, including both
individuals with and without personal experience of chronic illness. Many participants
expressed uncertainty with regards to the possibility of curing each condition and views
were more often negative than positive. Multiple challenges with regards to finding
suitable treatments were identified and were perceived to be a major frustration and
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added burden for patients. Such views of poor prognosis reflect the current state of
clinical management, given the lack of curative treatment for ME/CFS (Deumer et al.,
2021; Toogood et al., 2021) and mixed evidence for the effectiveness of pharmacological
and non-pharmacological interventions in the case of FM (e.g., Adams et al., 2023;
Bidonde et al., 2023; Climent-Sanz et al., 2023; Doebl et al., 2020; Rico-Villademoros et
al., 2020). As PWME often report being told that “nothing” can be done to treat their
condition (McManimen et al., 2019), it is unsurprising that the most negative views

regarding curing ME/CFS were expressed by respondents living with the condition.

There was a perception that treatment often proceeds in a “trial and error” manner,
which can be harmful to both groups of patients, though such accounts were most
elaborate in the context of ME/CFS. Specifically, respondents highlighted that the
treatments suggested by healthcare professionals, namely Cognitive Behavioural Therapy
(CBT) and Graded Exercise Therapy (GET), are ineffective or detrimental to PWME.
Indeed, as discussed elsewhere (e.g., Geraghty & Blease, 2019; White et al., 2023;
Wilshire et al., 2017) these approaches have been widely criticised and demonstrated to
cause harm to PWME but continue to be recommended to patients by healthcare

providers (e.g., Angelsen & Schei, 2024; McManimen et al., 2019).

Relatedly, the management of both conditions was perceived to be more difficult than of
other chronic illnesses, with qualitative findings again highlighting a lengthy process of
trial and error. In the context of FM and ME/CFS respectively, one in three and one in
four participants felt that the effective management of symptoms was not a possibility,
though perception was associated with personal experience of chronic illness. Challenges
identified in relation to self-management mirrored those which are discussed in the
literature, including those related to lifestyle adjustment, listening to one’s body, and
learning to pace to prevent symptom exacerbation (e.g., Angelsen & Schei, 2024; Ashe et

al., 2017; Jason et al., 2013; Kengen Traska et al., 2012).

4.5.3 Clinician knowledge and awareness

To reiterate, the most striking results of this study were the vastly negative views
regarding clinicians’ knowledge and awareness of FM and ME/CFS. Fewer than one in ten
participants felt that healthcare professionals had a good or very good level of

knowledge and awareness of either condition; interestingly, those with lived experience
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of chronic illness were more negative. Although the extent of negative appraisals is
surprising, the trend is broadly in line with that reported in other literature. For instance,
89% of PWME in the current survey rated healthcare professionals’ knowledge and
awareness as poor or very poor; by comparison, a large Australian study found that just
under 50% of PWME considered their GPs to be poorly or very poorly informed of the
condition (Emerge Australia, 2020).The results of a UK survey with 549 PwFM also
highlight similar issues, with healthcare professional knowledge and skills identified as an

unmet need for 40% of patients (Wilson et al., 2022).

Literature demonstrates that the self-assessed knowledge and awareness of FM among
clinicians is poor (Emorinken et al., 2022), further supporting patients” accounts in the
literature, as well as the critiques captured in this research. For instance, participants
emphasised a lack of basic knowledge among clinicians about the symptom profile,
pathophysiology and impact and of FM and ME/CFS, suggesting that healthcare
professionals lack adequate medical training about these conditions. Several studies
support this, demonstrating that little or no space is afforded to ME/CFS on medical
school curricula (Muirhead et al., 2021; Peterson et al., 2013). Similarly, gaps in training
have been identified in the context of FM (Arshad & Qoi, 2007; Emorinken et al., 2022).
Such omissions are not only problematic in terms of skills, but as reported by Silverwood
et al. (2017) can lead medical students to believe that FM is less important than other

conditions.

The overwhelmingly negative perceptions of healthcare practitioners’ knowledge and
awareness were mirrored in participants’ open-ended responses, which indicated an in-
depth understanding of the barriers faced by PwFM and PwME in healthcare. Studies
often report a large degree of dissatisfaction with healthcare among PwME and PwFM,
suggesting that these patient groups are medically underserved (e.g., Byrne et al., 2023;
Doebl et al., 2020; Froehlich et al., 2022; Sunnquist et al., 2017; Thanawala & Taylor,
2007; Wilson et al., 2022). Many respondents also noted that PwFM and PWME in Ireland
lack access social support or specialist care and are faced with a high level of uncertainty
in their healthcare journey, which involves substantial trial and error rather than clearly
defined pathways. The critiques of limited support for PWME in the Irish context are in

line with the results reported by the European ME Alliance Survey (Angelsen & Schei,
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2024) whereby over 80% respondents from Ireland reported receiving little or no

support from healthcare services for their condition.

Interestingly, participants with a formally diagnosed chronic iliness appraised clinician
knowledge and awareness of FM less positively than those without; yet neither the
presence of multimorbidity nor experience of chronic iliness in friends or relative were
associated with their perception. Such results may suggest that patients with chronic
iliness lose trust or confidence in healthcare professionals’” competence as a result of
their diagnostic experience, though this warrants further investigation. As a large portion
of participants reported living with FM or chronic pain, it is noteworthy that achieving a
diagnosis of FM does not always result in relief or satisfaction. Some studies illustrate
that a diagnosis of FM might be disappointing or undesirable, being essentially useless in
the face of limited options for treatment (e.g., Boulton, 2019; Mengshoel et al., 2018;

Undeland & Malterud, 2007), thus possibly explaining the negative appraisals.

Finally, participants often discussed challenging patient-clinician dynamics experienced
by PWFM and PwME, with clinicians failing to recognise or invalidating the impact of FM
and ME/CFS on their patients’ lives, and suggested a need for empathy and
compassionate approaches to care. Similar themes are largely reflected throughout the
literature examining perspectives of both patients and healthcare practitioners. As
discussed previously and in Chapter 3, issues of stigma, scepticism and dismissal were
widely acknowledged in the context of healthcare, and these are well-documented in the
literature exploring both clinician perspectives and patient experiences (e.g., Asbring &
Narvanen, 2002, 2004; Briones-Vozmediano et al., 2013; Gilje et al., 2008; Hunt et al.,
2024; McManimen et al., 2019; Nishikawara et al., 2023; Pheby et al., 2020). Like
previous studies, participants also recognised that adverse experiences of healthcare can
be a source of significant emotional distress for patients and contribute to negative

health outcomes.
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4.5.4 Strengths and Limitations
While the results demonstrating good awareness and understanding of ME/CFS and FM

among a sample of adults in Ireland are encouraging, several limitations warrant that
results are interpreted with caution. Most notably, due to the purposive sampling
strategy and data collection procedures employed, the survey is subject to substantial
selection bias. Given that the survey specifically targeted individuals with some level of
familiarity with the conditions, the results exclude perspectives of those without such
knowledge thereby limiting generalisably to the wider adult population in Ireland.
Further, recruitment through advocacy groups and patient networks likely resulted in the
participation of individuals with greater experience, knowledge, or interest in the topic.
This is evidenced in the demographic profile, whereby respondents generally rated
themselves as health literate and more knowledgeable about chronic health conditions
than acute illness. By comparison, data from the European health literacy survey
(Sgrensen et al., 2015) suggest that approximately 40% of the Irish public have
problematic or inadequate general health literacy. However, as standardized
assessments of health literacy were not employed in the present research, instead

relying on participants’ self-ratings, direct comparisons of this domain are not supported.

It is also noteworthy that while the survey sought to recruit adults from the public, a
large portion of respondents disclosed living with chronic conditions, including ME/CFS
and FM or Chronic Pain. While the lack of prevalence data from Ireland makes it difficult
to comment on sample characteristics, it is likely that results are not representative of
the population at large. In a similar vein, those with more negative perceptions of others’
understanding, or personal experiences of stigma and negative attitudes, may have been
compelled to highlight these issues in both healthcare and social settings. This is
exemplified by the discrepancy between participants’ self-rated knowledge and
understanding, and their perception of the poor awareness and knowledge of both
ME/CFS and FM among the general public. As emphasised, the survey was designed to
specifically explore the perspectives of individuals who had heard of the clinical entities
ME/CFS and FM, excluding those who were unaware of these conditions. It is possible
that excluded participants possess some familiarity with the clinical profiles of these
conditions without appropriate terminology, thus, an exploration of their lay beliefs and
attitudes could be worthwhile in further research on stigma.
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Despite the aforementioned limitations, this study is the preliminary attempt at
understanding beliefs and perceptions about ME/CFS and FM among adults in Ireland
and is driven by patients’ perspectives on the need to improve awareness about these
and other poorly understood conditions. Like previous research exploring patient
experiences, results identify a range of challenges faced by patients in both social and
healthcare contexts and reiterate medicine’s long-standing problem with conditions that
lack a well-defined pathophysiology, and consequently, diagnostic tools and treatments.
Collectively, the evidence highlights a troubling lack of confidence in the healthcare
system among adults regardless of experience of chronic illness, pointing to a need to

explore clinical practices in the local context.

4.5.5 Conclusion

This mixed-methods cross-sectional study investigated perceptions of ME/CFS and
Fibromyalgia among a sample of adults in Ireland, revealing a good awareness and
understanding of both conditions and the substantial challenges faced individuals living
with them. Contrary to documented negative societal biases, empathy for patients was
expressed and the legitimacy and burden of these illnesses were widely acknowledged.
However, stigma and disbelief were also perceived as a persistent problem in social and
healthcare settings, underscoring the need for continued education and advocacy.
Healthcare services were frequently criticised for underserving these patient groups,
while professionals were perceived as lacking the knowledge, empathy, and skills to
adequately support individuals with ME/CFS and FM. Further investigation of clinical
practices, medical training and the experiences of healthcare professionals in Ireland is

needed, as is research examining the lay beliefs and attitudes of the wider population.

Given the lack of research on patients’ experiences and healthcare journeys in the local
context, further work is also needed to inform specialised support strategies and to
identify targets for change. Finally, while this study focused on ME/CFS and FM, the
findings likely resonate with other poorly understood or "invisible" chronic illnesses,
highlighting a broader need for research and improved healthcare provision for these
often-marginalized patient populations. Building on the findings of Phase Two, Chapter 5
describes a study exploring the experiences of individuals living with a range of poorly

understood conditions, with a particular focus on their personal and healthcare journeys.
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Chapter 5. Study Three

Lived Experiences of Poorly Understood Chronic lliness

5.1 Introduction

Chronic illness profoundly shapes the lives of those who experience it, influencing not
only their physical health but also their emotional, social and existential realities. Studies
One and Two illustrate that for individuals with conditions that are poorly understood or
unexplained, these impacts are compounded by arduous healthcare journeys marked by
uncertainty, diagnostic delays, inadequate clinical management, and strained patient-
clinician dynamics. Given that patient experience is recognised as a fundamental pillar of
healthcare quality and a critical measure of success, with evidence linking it to improved
clinical outcomes and patient safety (Doyle et al., 2013; Wolf et al., 2014), these results

are concerning and suggest a need to explore patient perspectives in depth.

The patient stakeholders engaged throughout this doctoral research have also
emphasised this, pointing to a need to explore lived experiences of healthcare journeys
with a view to elucidating gaps in care, bringing patient voices to the fore of research and
initiatives for change. Yet as pointed out by Wilson and Hutchison (2024), while the
person-centered philosophy may underpin healthcare service models, this does not
necessarily translate to the actual delivery of care; thus, a greater recognition and

integration of patient perspectives and values by service providers is still needed.

Several approaches can be used to provide a multi-dimensional, in-depth account of the
experience of living with and navigating healthcare with poorly understood chronic
illness. As explained in Chapter 2 (Section 2.2.1), phenomenology provides an
individualistic lens through which to understand the subjective, contextualised and
embodied nature of experience; such an approach transcends biomedical or objective
accounts of disease to reveal the ways in which individuals’ lifeworld’s are transformed
by their experience of iliness (Carel, 2011, 2021). Narrative methods complement the

phenomenological position in that they capture temporal dynamics, focusing on the
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“stories” people tell about their chronic illness (Frank, 2013; Hurwitz et al., 2004; Jowsey,
2016), the importance of which has been emphasised in healthcare research and the
practice of narrative medicine. Attending to both phenomenology and story-telling,
Charon (2006, 2001, 2007, 2017) writes extensively on the central role of patient
narratives in medicine, arguing that to provide effective and truly patient-centered care,
clinicians should engage with the stories and plights of their patients and allow

themselves to be deeply moved by them.

In healthcare research, patients’ first-hand accounts of their healthcare journeys have
been pivotal in driving efforts to redesign and improve services (e.g., Bolz-Johnson et al.,
2020; Galvin et al.,, 2015; Gualandi et al., 2019; Maas et al., 2023; Varley et al., 2011).
This drive towards person-centered care has been reflected in the growing field of
patient journey mapping. As reviewed by Davies et al. (2023), patient journey mapping
research employs a variety of visual, narrative, and descriptive methods to document the
full range of patient experiences within healthcare systems, including critical
touchpoints, bottlenecks, and unmet needs. Bulto et al. (2024) argue that patient
journey mapping has significant potential for transforming healthcare delivery by
informing the development of personalized, patient-centered care and addressing
communication and collaboration gaps within and across services. Mapping the patient
journey, in addition to an in-depth consideration of patient narratives, can therefore
form a foundation step towards exploring and developing care pathways for individuals

with multi-systemic and poorly understood conditions in Ireland.

5.1.1 Objectives

The present study seeks to provide an in-depth, multi-dimensional account of the lived
experiences of individuals with poorly understood conditions in Ireland, including their
experiences of healthcare. In light of the needs identified by patient stakeholders in this
research, the study also seeks to explore a selection of patient journeys by visually
mapping the key touchpoints gleaned from their accounts of healthcare. As discussed in
Chapter 2 (Section 2.5.1.1) and detailed below, the study employs the Life Grid, a
distinctive and infrequently used method of interviewing and data collection. Thus, a
secondary aim of the study was to explore participants’ experiences of the Life Grid

approach.
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5.2 Methodology

5.2.1 Design

The primary paradigm of this qualitative study was interpretative phenomenological,
with an emphasis on the lived experiences of individuals with poorly understood chronic
illnesses. The study methods involved a survey of demographic and health-related
characteristics and biographical mapping using the Life Grid Interview. Aligning with the
pragmatist position, analytic pluralism was employed. Figure 5.1 illustrates the design of
the study, with three components (Survey, Life Grid and In-Depth Interview) and the
associated analytic approaches, detailed further in the sections below. Ethical approval
for this study was granted by the School of Psychology Ethics Committee at Trinity
College Dublin, Approval ID: SPREC032022-11, and is included in Appendix C1.

5.2.1.1 Patient and Public Involvement

As discussed in Chapter 2 (Section 2.5.2), consultations with patients in Research Phase
One and Two underscored the need to examine healthcare experiences and patient
journeys, thereby setting the priorities for the present study. PPl contributors
emphasised a need to explore and understand the lived experiences of patients in
Ireland, with a focus on capturing and illustrating the complexity of their healthcare
journeys. In addition to conceptualisation and design, one member of the patient panel
(SOC), a person with ME/CFS and Long-COVID, assisted in pilot testing of study
methodology. Specifically, a pilot Life Grid Interview was performed to ensure suitability
of the approach for in-depth interviewing in the context of fatigue and consequent
cognitive symptoms, such as difficulties with memory and articulation. Following
feedback, two changes were made to the procedure to make it less taxing on
participants. The visual tool was revised to include core interview questions for ease of
reference, and the interview procedure was modified to enable participants to complete

a preliminary timeline prior to the full in-depth interview.
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Figure 5.1

Study design, methods and analytic approach.
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5.2.2 Participants

A purposive sampling strategy was used to recruit participants in July and August of
2023. Participants were eligible if they were 18 years or older, living with a self-reported
or formally diagnosed condition falling under the broad category of "medically
unexplained" or "poorly understood" illness, and had received healthcare for their
condition in Ireland. To reach the targeted population, the researcher utilised personal
networks and shared the study online with patient communities and advocacy groups.
Suggestions on specific communities were sought from the patient panel and PPI
contributors involved throughout the research. A total of 21 individuals initially
expressed interest in participating in the interview. Of these, three did not consent due
to current severity of symptoms, two preferred to share written accounts and declined
to be interviewed, and four did not respond to the initial follow-up invitation. A total of

twelve participants consented to take part and completed all components of the study.
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5.2.3 Materials and Procedure

5.2.3.1 Demographic Survey

Basic demographic and health-related and service use data were collected from each
participant prior to taking part in the Life Grid interview. Once participants provided
informed consent, they received a link to an online questionnaire hosted on the survey

platform Qualtrics (Qualtrics, Provo, UT).

Consenting participants were asked to indicate their age, gender identity (Male, Female,
Non-Binary, Prefer Not to Say), highest level of education completed (No education,
Primary Level, Secondary Level, Third Level, Post-Secondary Training, Prefer Not to Say)
and their current employment status (Unemployed, Employed Full Time, Employed Part-
time, Student, Other: provide detail, Prefer Not to Say). Participants were then asked to
list the chronic health condition(s) they live with and to indicate the main symptoms they
experience (Physical, Cognitive, Affective, Other: provide detail). They were asked to rate
the severity of their symptoms on a 5-point Likert Scale (No Symptoms- Very Severe
Symptoms) as well as the overall impact of the condition on their quality of life (No
Impact- Very Significant Impact). With respect to the condition(s) disclosed, participants
were asked to estimate, in months or years, the age at which their symptoms first started

and the age at which they first sought medical advice for the said symptoms.

Participants then answered seven questions relating to their healthcare journey. They
were asked to indicate whether they have received a formal diagnosis of their
condition(s) (Yes/No) and, if yes, to estimate the approximate time it took to receive this
diagnosis in months and/or years. Participants were asked to estimate the number of
services or different specialists they have seen in relation to their condition(s), to list
what services they had used the most, and which services they found to be most useful.
Finally, participants were asked to indicate on a 5-point Likert Scale (Extremely
Dissatisfied- Extremely Satisfied) their satisfaction with the quality of healthcare services
currently available to them, and their overall satisfaction with their healthcare journey to

date.
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5.2.3.2 The Life Grid

Semi-structured in-depth interviews were conducted using the Life Grid approach to
interviewing (Parry et al., 1999), described in detail in Chapter 2 (Section 2.5.1.1). Briefly,
the method was initially developed for the collection of quantitative data while
addressing issues of recall validity in health research (Berney & Blane, 1997), and later
applied to facilitate biographical interviews in qualitative research on smoking behaviour.
More recently, Richardson et al. (2009) emphasised that the Life Grid can be a fruitful
tool for exploring the meanings and experiences of health and illness over time,
particularly where temporal fluctuations in symptoms are a feature. As previously
discussed, the merits of the approach suggest that it is particularly suitable for life story
interviews with individuals living with chronic conditions. In the present study, the
primary purpose of the Life Grid was to facilitate the participants’ sharing of life stories
and their lived experiences of chronic illness in a holistic and contextual manner. The

specific design and interview procedure employed are described below.

Drawing on the limited methodological literature available, and primarily the work of
Parry et al. (1999) and Richardson et al. (2009), the Life Grid was structured as a blank
table created in Microsoft Word, with interview topics across the horizontal axis, and a
blank time span (year and age) with associated meaningful life event on the vertical axis.
Interview topics pertained to (i) the participant’s life at the time of the event, including
the domains of family, friends, work and leisure, and (ii) the participant’s health at the
time of the event, including any symptoms or illnesses they were experiencing, their
overall physical or mental health, as well as their healthcare journey, including any key
touchpoints with the health system and experiences of these. Table 5.1 provides a
template of the grid used, while Appendix C2 provides an example of a completed Life

Grid, created from a combination of interviews for illustrative purposes.
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Table 5.1

The Life Grid
What was your life like at the | What was your health like at
Life Events
time? the time?
Year | Age | Significant | Family & Work & Health & Healthcare
Life Events | Friends Leisure lliness Journey

5.2.3.3 The Life Grid Interview

The Life-Grid interview involved two steps. First, pre-interview, participants completed a
partial Life Grid, building a timeline of any significant or meaningful events over their
lifespan. Second, participants took part in an in-depth interview, during which they

completed the full Life Grid in collaboration with the researcher.

Life Grid Preparation

Participants were emailed with a partial template of the Life Grid to complete and return
to the researcher prior to the interview, along with a set of instructions on completing
this template and the structure of the interview. The partial Life Grid consisted of the
Year, Age and Significant Life Events columns only (see Table 5.1), and participants were
asked to reflect on any meaningful events across their lifetime and to note these on the
grid, to the best of their ability, in chronological order. Participants were informed that
during the interview, they would be asked to elaborate on these events during the
interview and would be able to modify the content of the Life Grid should new insights

arise. Once returned, the researcher extended the Life Grid by adding the remaining
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columns (i.e. “What was your life like at the time?” and “What was your health like at the
time?”), resulting in additional blank cells to be completed with the participant during

the interview.

Life Grid Interview

Participants were given a choice of taking part in an in-person interview at the School of
Psychology at Trinity College Dublin, or online, using the teleconferencing software
Zoom. A total of twelve interviews were conducted, ten of which were online, between
July and August 2023. Participants were informed that the interview could last
approximately 1 hour 30 minutes but could be longer or shorter depending on how much
they wished to share. Interviews lasted an average of 1 hour 40 minutes, ranging from 48
minutes to 2 hours 45 in duration, with breaks offered to participants throughout. During
each interview, the participants’ personal Life Grid was presented on-screen, either
through the Zoom screen-share function where online, or on a computer monitor in-
person. In the interest of transparency, each interview commenced with an introduction
to the study aims and outline of the interviewing procedure, including the co-

construction of the Life Grid during the interview.

Briefly, interviewees were instructed that they would be invited to introduce themselves
and tell their story in any order they would like, and that the researcher would follow
with probing questions about other aspects of their life and health at the time. The
flexibility of the approach was emphasised, with the Life Grid was treated as a
conversation guide. Participants were asked whether they preferred to make their own
notes on the Life Grid during the interview, but all opted for the researcher to enter
information into the grid cells as they spoke. The Life Grid remained on-screen for the
duration of the interview, with participants instructing the researcher where new

information should be added.

All interviews were audio-recorded, transcribed verbatim to Microsoft Word, and
anonymised by the researcher to ensure all identifying data (e.g., names) were removed,
after which recordings were discarded. Interview transcripts and complete Life Grids
were emailed to participants for review, with opportunity for content to be redacted or

corrected in the final transcript.
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Interview Structure

The interview approach was semi-structured and largely directed by each participant and
the events they had disclosed on the Life Grid. The grid was ultimately used as a visual
aid to stimulate the interviewees’ reflexivity with regards to their life trajectories rather
than to formally structure the interview. A broad questioning strategy was used, with a
focus on building rapport and maintaining flow of the narrative. Participants were
informed that they could tell their story in any order, return to or move past life events
throughout the interview, and add events or modify the chronological order of events on

the grid during the interview.

Each interview commenced with an introductory question (e.g., “Can you tell me a little
bit about yourself and what brings you here?”), followed by an invitation for the
participant to begin telling their story with reference to any event on the Life Grid
(“Starting anywhere on the Life Grid, could you tell me more about your life?”). As
participants discussed their life events, they were asked to elaborate on additional facets
of their life (e.g., “What was your family life like?”, “What was your social life like?”) and
health (e.g., “What was your health like?”, “Did you experience any symptoms?”) at the
time period, with further probing questions in relation to the healthcare journey (e.g.,

“Did you see any medical professionals?”, “What was your experience like?”).

To maintain flow of narrative, once the participant discussed any event to their
satisfaction or concluded the discussion of an event, the researcher proceeded with the
interview by asking “And what happened then?”. As participants’ narratives often
referred to events not included on the Life Grid, clarification on structure was sought by
the researcher at various points of the interview (e.g., “Do you remember around what
age you were at the time?”, “Do you remember if this happened before or after [another
event]?”), and these were noted. Furthermore, in the case that participants disclosed
adverse life events (e.g., history of abuse, sexual assault) on the grid, no request from the
researcher was placed on participants to discuss or elaborate on these. Where naturally
acknowledged by the participant, participants were assured that they could discuss the
event in as little or much detail as they would like, take a break, or discontinue the
interview. All participants proceeded to discuss such events with varying degrees of

detail.
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Once the final event on the Life Grid was discussed, participants were given the
opportunity to modify or share additional information about their life or health (“Is there
anything else you would like to add?”). Finally, participants were asked to share their
perspective on and experience of the Life Grid interview, including any personal
reflections on the process (e.g., “What was it like for you complete the Life Grid?”, “What
was it like for you to discuss your life in this way?”). A debrief followed the formal
interview, with both participant and researcher sharing their experiences, and with the
researcher signposting psychological supports should they be needed in light of the
content discussed. Immediately following each debrief, the author took reflexive notes of
their impressions about how the interview progressed, including the overall atmosphere

and takeaway messages, as well as personal reflections on interview content.

5.2.4 Analysis

As previously mentioned, and illustrated in Figure 5.1, analytic pluralism was employed,

with four types of analysis conducted: (i) descriptive analyses of demographic and health
related data, (ii) exploratory analyses of the Life Grid contents with regards to the patient
journey, (iii) Interpretative Phenomenological Analysis of the in-depth interviews, and (iv)

Thematic Analysis of Participants’ reflections on the interview procedure.

5.2.4.1 Descriptive Statistics

Descriptive statistics (means, frequencies) were calculated for all measures of the
demographic survey. No formal content analysis was performed on responses to open-
ended questions. This data was extracted and manually cleaned (e.g., for spelling errors),

then treated as nominal data for descriptive analysis.

5.2.4.2 Patient Journey Analysis

Patient journey data was extracted from a selection of Life Grids purposefully chosen to
illustrate journeys of varying lengths and complexities among individuals with similar
diagnoses. A small sample of four cases was selected for exploratory analyses based on
convenience, owing to their availability within the sample, as well as their potential to
illustrate participant trajectories, owing to the detail recounted by participants. These

cases concerned the pathways of pairs of individuals with an established diagnosis of
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Functional Neurological Disorder (FND) and Fibromyalgia, with one protracted and one

comparatively shorter journey in each pair, thus allowing comparison.

Exploratory visual maps were constructed drawing on the scoping review conducted by
Davies et al. (2023), who identified six representative types of journey maps across the
literature, also highlighting a lack of standardised approaches to mapping. The approach
taken in the present study was mapping by events over time, with the aim of illustrating
key service touchpoints, continuity or discontinuity between services and any key

interventions or delays (e.g., diagnosis and referral).

5.2.4.3 Interpretative Phenomenological Analysis

A selection of transcripts was analysed using Interpretative Phenomenological Analysis
(IPA), the premise and assumptions of which are detailed in Chapter 2 (Section 2.5.1.2).
Twelve in-depth interviews were conducted and transcribed by the thesis author and a
sub-sample of five was chosen for analysis in line with methodological principles that
favour small sample sizes to enable in-depth idiographic analysis (Smith et al., 2009).
These accounts were chosen reflexively by the author, informed by several key
considerations, particularly concerning the narrative richness of the data in relation of
the study aims. Specifically, cases were purposefully chosen to (i) capture a broad
spectrum of conditions, recognising that individuals with poorly understood chronic
illness often experience multi-morbidity and overlapping symptoms; (ii) reflect a wide
range of and depth of experiences across the life course, as articulated by participants,
and (iii) encompass nuanced accounts of the healthcare journey and navigating
healthcare in Ireland. A limit of five cases was set to enable deep analytic engagement
with narratives, while also ensuring the analysis remained feasible within the scope of

the study. Accounts not included in IPA were included in other analyses of this study.

Analysis proceeded via the broad methodological steps outlined by Smith et al. (2009),
outlined below. The approach is typically described as an iterative and inductive cycle,
which moves from understanding of the particular (i.e. individual) to the shared (i.e.
group) experience. Quality of the analysis was ensured by drawing on guidelines (Nizza et
al., 2021; Smith, 2011), which emphasise that high quality IPA studies exhibit sensitivity
to context, maintain rigor and transparency, construct coherent and compelling

narratives with an experiential or existential account, involve close analytic reading of
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participants' words, and attend to convergence and divergence. Each interview was
analysed in full prior to conducting the cross-case analysis to generate key themes.
Throughout the analysis, efforts were made to ensure reflexivity, with the researcher

reflecting on their own influence on the interpretative process.

Single Case Analysis

Step 1. Reading and re-reading

First, the interview was read and re-read in full to immerse and engage the researcher
with the participants’ experience. In this process, initial interpretations and observations

were noted in a reflective journal.

Step 2. Line-by-line Analysis

A line-by-line analysis was conducted to identify emergent patterns, or themes, within
the experiential material, with exploratory comments handwritten on the left-hand
margin of the transcript. As discussed by Smith et al. (2009), this step involves a close
reading of the transcript and engagement in analytic dialogue, reflecting on what words,
phrases and sentences mean to the researcher, and what they can mean to the
participant. The exploratory comments were (i) descriptive notes, which summarise the
participants’ explicit experience (i.e., what is said); (ii) linguistic notes, which include
observations about how language is used by the participant, including specific words in
the narrative (i.e., how it is said); (iii) interpretative notes, which offer interpretations of
the meaning behind what is said, moving away from the explicit claims of the participant
(i.e., what it means); and (iv) conceptual notes, which reflect more abstract theoretical
concepts of themes that can help explain the participants’ experience. Once annotated
in full, comments from line-by-line analysis were reviewed and interpreted to develop
experiential statements associated with extracts of text, reflecting interpretations of
experience whilst remaining grounded in the narrative. These statements were initially
hand-written in the left-hand margin, then transferred into Microsoft Excel along with

data excerpts (i.e. quotes) and locations (i.e. line numbers) for further stages of analysis.

Step 3. Developing emergent themes
Third, participant emergent themes were developed by clustering the experiential
statements on the basis of the researchers’ understanding of the core experiences, their

patterns and deeper meanings, thus moving towards a higher level of abstraction. As
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discussed by Smith et al. (2009), this step is a manifestation of the hermeneutic cycle,
whereby the themes reflect not only the original words and experiences of the
participant, but the analyst’s interpretation regarding their meaning. During this process,
emergent themes and associated line numbers from experiential statements within them
were tabulated in Microsoft Excel, thus simultaneously reducing the volume of data

while maintaining complexity within it.

Step 4. Searching for connections

Fourth, emergent themes were clustered to illustrate patterns and relationships between
within each transcript, which was achieved by colour-coding in Microsoft Excel. The
emergent themes were organised in a hierarchy with sub-themes and super-ordinate
themes, along with data extracts and locations, based on conceptual connections and
patterns observed in the data. A table listing the superordinate and subordinate themes
was produced for the analysed interview. Descriptive summaries for each subordinate
theme were written to assist cross-case comparisons. Reflexive notes were revisited

when devising case descriptions and used to supplement case descriptions.

The above steps were carried out to completion on each of the five interviews
individually, with the researcher engaging in bracketing of analytical insights between
cases. Separate tables of superordinate and subordinate themes were produced for each

interview before proceeding to cross-case analysis.

Cross Case Analysis

Step 5. Looking for patterns across cases

Once all five transcripts were analysed, comparisons between cases were conducted to
identify shared themes across the interviews. As discussed by Smith et al. (2009), this
step seeks to account for convergences and divergences within cases, allowing for an in-
depth understanding of idiosyncrasies but also the shared qualities in the data. The
author reviewed the descriptive case summaries and thematic structure of each
interview with the aim of identifying broad, higher-order themes across the narratives
(i.e., Group Experiential Themes). Extracts of data associated with the interpretations
were revisited to support cross-case comparisons. A group-level thematic table was

constructed by comparing the accounts of participants.
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Step 6. Interpretation and synthesis

The process of synthesis and interpretation was iterative and involved moving between
individual case findings and wider group-level data, relating this to the research question
and literature. Findings were structured into a thematic account with a focus on the
meanings and experiences of health and illness within the participants’ life narratives.
Themes were evidenced by data extracts and accompanied by a detailed interpretative
commentary. In line with the double hermeneutic process involved in IPA, the author
reflected on their positionality and its influence in interpreting participants’

interpretations of their own experiences.

5.2.4.4 Thematic Analysis

Reflexive thematic analysis (Braun & Clarke, 2006, 2021b) was conducted on participants’
responses to the question regarding their experience of taking part in the Life Grid
Interview. As discussed in Chapter 2 (Section 2.5.1.4), this approach is assumed to reflect
the researcher’s worldview and interpretation, aligning with the overall
phenomenological position of the study. The accounts of all participants were included in

the analysis to capture a breadth of perspectives on methodology.

The analysis was performed by the researcher and research assistant (AA), an
undergraduate Psychology student with an interest in qualitative work in health
psychology. Thematic analysis followed six steps in the manner previously detailed in
Chapter 4 and was conducted using NVivo 12 Plus Software. Briefly, the steps of analysis
involved (i) Familiarisation with data, involving immersion in content and an initial
discussion of impressions among analysts; (ii) Systematic data coding and categorisation,
performed independently and discussed to ensure consistency; (iii) Creation of initial
themes and subthemes, achieved by grouping of related codes based on observed
patterns of meaning; (iv) Reviewing and refining themes, ensuring agreement among
analysts that themes accurately reflect data; (v) Defining and naming themes; and (vi)
Writing up the thematic findings, accompanied by relevant quotes. Given the reflexive
nature, a codebook was not devised and inter-rater agreement was not analysed using
the coding comparison query. Instead, all stages of analysis were performed by both
analysts in a collaborative manner, whereby coding decisions and thematic findings were

discussed to reach agreement on final outcome.
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5.3 Results

5.3.1 Participant characteristics

5.3.1.1 Demographics and Health

Sample demographic and health characteristics are summarised in Table 5.2 and detailed
in Table 5.3. Twelve participants (4 male, 8 female), aged between 21 to 62 years
(M=40.1, SD=14.8) took part in Life Grid interviews. Most participants were educated to
a post-secondary or higher level (n=8) and were currently unemployed or not working
due to health-related reasons (n=7). As a group, participants reported living with a range
of 26 conditions, and multimorbidity was common, with 10 participants reporting
between 2 and 8 conditions (M=3.5) each, detailed in Appendix C3. The conditions most
frequently reported by participants were Fibromyalgia (n=5), Myalgic
Encephalomyelitis/Chronic Fatigue Syndrome (n=4), Hypermobile Ehlers-Danlos
Syndrome/ Hypermobility Spectrum Disorder (n=3), and Functional Neurological Disorder

(n=3).

Participants most frequently reported living with Moderate (n=5) or Severe (n=6)
symptoms and most rated the impact of the condition on their overall quality of life as
Significant (n=4) or Very Significant (n=5). All participants indicated experiencing physical
symptoms such as pain and fatigue, though only one participant indicated that their
symptoms were solely physical in nature. Others more frequently reported a
combination of Physical and Cognitive symptoms (n=6), or Physical, Cognitive and
Affective Symptoms (n=5). Three participants indicated having additional symptoms, one
reporting “weakness” and two reporting “non-epileptic seizures”. Most participants
reported seeking medical advice for their symptoms within months to one year of onset
of symptoms (n=10), with one participant seeking help 2.5 years later, and one 12 years
later. All participants in the study reported having received a formal diagnosis for their
conditions, with time to diagnosis ranging between “a few months” to 11 years, and an

approximate average of 5.5 years.
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Table 5.2

Participant Demographic and Health Characteristics (N=12)

n %
Demographic Characteristics
Age M=40.1 SD=14.8
Gender
Male 4 33
Female 8 66
Non-Binary 0 0
Educational Attainment
Primary Level 0 0
Secondary Level 4 33
Training (Post-Secondary) 1 8.3
Third Level 7 58.3
Prefer not to say 0 0
Employment Status
Currently Employed 3 25
Student 2 16.6
Currently Unemployed 3 25
Other: On sick Leave 2 16.6
Other: Retired early due to health 1 8.3
Other: Unable to work due to health 1 8.1
Prefer not to say 0 0
Participant Health
Symptoms Experienced
Physical 12 100
Cognitive 11 91.6
Affective 5 41.6
Other 3 25
Symptom Severity
Mild 0 0
Moderate 5 41.6
Severe 6 50
Very Severe 1 8.3
Impact on Quality of Life
No Impact 0 0
Mild Impact 0 0
Moderate Impact 3 25
Significant Impact 4 33.3
5 41.6

Very Significant Impact
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Table 5.3

Participant Health, Service Use and Satisfaction

ID Gender Condition(s) ° Impact: Symptoms © Symptom  Symptom  Help Time to Services Satisfaction:  Satisfaction:
(Age QoL Severity onset Seeking  Diagnosis  Accessed  Services Healthcare
Range) (Years) (Years) (N) Available Journey

1 Male POTS, hEDS, Very Physical, Severe 15 17.5 8 years 10 Somewhat Somewhat
(18-24) ME/CFS, Chronic significant ~ Cognitive dissatisfied dissatisfied

Migraine

2 Male Fibromyalgia Moderate Physical, Moderate 20 20 Few 4 Somewhat Neither
(25-34) Cognitive months satisfied

3 Female Long COVID Significant ~ Physical, Severe 59 59 1 year 8 Neither Somewhat
(55-64) Cognitive dissatisfied

4 Female Fibromyalgia, CRPS  Significant  Physical, Severe 15 16 1.5 years 12 Extremely Extremely
(18-24) Cognitive, dissatisfied dissatisfied

Affective,
Other:
weakness

5 Female Fibromyalgia Moderate Physical, Moderate 38 38 10 years 5 Somewhat Neither
(45-54) Cognitive, dissatisfied

Affective

6 Female ME/CFS; Long Very Physical, Moderate 30 30 4 months 6 Somewhat Somewhat

(35-44) COVID (Post- significant ~ Cognitive satisfied dissatisfied
Vaccine)

7 Male FND Very Physical Severe 25 25 11 years 12 Somewhat Somewhat
(45-54) significant dissatisfied dissatisfied

8 Female POTS, ME/CFS, Very Physical, Very 18 18 2 Years 20 Somewhat Somewhat
(18-24) hEDS/HSD, significant ~ Cognitive severe dissatisfied dissatisfied

Fibromyalgia
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ID Gender Condition(s) ° Impact: Symptoms © Symptom  Symptom  Help Time to Services Satisfaction:  Satisfaction:

(Age QoL Severity onset Seeking  Diagnosis  Accessed  Services Healthcare
Range) (Years) (Years) (N) Available Journey
9 Female FND Moderate Physical, Moderate 16 16 7 years Many Extremely Extremely
(25-34) Cognitive, dissatisfied dissatisfied
Affective,
Other: NES
10 Male FND Significant ~ Physical, Severe 42 42 6 months 3 Extremely Somewhat
(45-54) Cognitive, dissatisfied dissatisfied
Affective,
Other: NES
11 Female Fibromyalgia Significant ~ Physical, Moderate 53 53 5 months 8 Extremely Extremely
(45-54) Cognitive, dissatisfied dissatisfied
Affective
12 Female Lyme Disease, Very Physical, Severe 25 37 10 years 10 Somewhat Somewhat
(55-64) hEDS, Chronic Pain significant ~ Cognitive satisfied dissatisfied

Syndrome, Chronic
Migraine, ME/CFS

Note. @ Conditions meeting participant inclusion criteria (i.e., poorly understood chronic illness). ® Symptom Type: Physical (e.g., pain, fatigue), Cognitive (e.g., memory problems),
Affective (e.g., Low mood, anxiety), O=Other. Abbreviations: ID= Participant Number, QolL= Quality of life. Conditions: Postural Orthostatic Tachycardia Syndrome (POTS);
Hypermobile subtype Ehlers-Danlos Syndrome (hEDS); Hypermobile Spectrum Disorder (HSD); Chronic Regional Pain Syndrome (CRPS), Myalgic Encephalomyelitis/Chronic
Fatigue Syndrome (ME/CFS), Functional Neurological Disorder (FND), Non-epileptic Seizures (NES)
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5.3.1.2 Service Use and Satisfaction

As detailed in Table 5.3, most participants (n=8) were Somewhat or Extremely
dissatisfied with the quality of healthcare services available to them, and ten out of
twelve were Somewhat or Extremely dissatisfied with their healthcare journey to date.
Participants reported accessing between 3 to 20 specialists or health services in relation
to their condition or symptoms, with one reporting “too many to count”. As a group,
participants reported that the most frequently used services were their GP (n=11),
Physiotherapy (n=5) and Psychology or Counselling (n=5), while Physiotherapy (n=5) and
GP services (n=4) were the most useful to them. When cross-tabulated, there was partial
overlap among individual participants with regards to the services they accessed most
and those perceived as being most useful, with several instances of useful services being

accessed infrequently (see Table 5.4).
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Table 5.4

Mapping of participants’ reported service use vs. perceived usefulness

Participant

Service or Specialist 1 2 4 5 6 7 9 10 11 12
General Practitioner (GP) v v e v Ve v Ve v v e
Physiotherapy v ° Ve Ve Ve (]
Psychology/Counselling v v e v v e
Occupational Therapy
Hydrotherapy
Neurology v Ve v e
Rheumatology v e
Cardiology v e
Genetic Counselling
Nutritionist
Pain Consultant Ve
Consultant (Unspecified) ) Ve
Alternative Medicine Ve

Note: v' denotes most frequently used service(s) ® denotes most useful service(s)
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5.3.2 Patient Journeys

Four patient journey maps were constructed and are presented in Appendix C4. The
illustrative cases concerned two participants with a diagnosis of FM, and two with FND,
with each pair varying in terms of journey length (see Table 5.4 for details). The patient
journeys, focusing on service touchpoints, continuity in care, diagnoses and referrals, are

outlined below.

Participant 2

Participant 2 is a male with FM who reported a relatively short journey from symptom
onset to diagnosis, approximately 4 months, and 4 key services used: GP, Rheumatology,
Neurology and Physiotherapy. While the GP was a key touchpoint in relation to earlier
mental health and pain concerns, the FM-related healthcare journey commenced with
A&E following sudden onset pain and inability to walk. Discharge with no abnormalities
detected through imaging resulted in a sequence of referrals initiated by the GP.
Assessment by Rheumatology confirmed FM diagnosis, which was previously speculated
by the GP, resulting in a referral for Physiotherapy and discharge back to the GP for pain
management. Intensifying and new symptoms in the subsequent year, specifically
numbness, resulted in the participant seeking further care from their GP, which resulted
a referral to Neurology. Assessments by Neurology found no abnormalities, resulting in
discharge back to GP care, with Physiotherapy ongoing. The participant has been
experiencing ongoing pain in the four years following, with management involving the GP

and Physiotherapy at present (See Figure A, Appendix C4).

Participant 5

Participant 5, a female with FM, detailed a 10-year journey to diagnosis which was
complicated by long-standing back pain and widespread pain consistent with FM
emerging in the aftermath of an accident. Five key healthcare services were identified:
the GP, Rheumatology, Pain Clinic, Physiotherapy and Counselling. The GP’s critical role
in initiating referrals was highlighted, though poor continuity of care was seen
throughout the journey. The participant sought assistance from her GP regarding
widespread pain following the accident, receiving pain medication and referral to
Physiotherapy. A subsequent visit to the GP involved a failed referral for MRI, though this

was corrected by a third GP. Within two years, the participant returned to A&E due to
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acute pain but was discharged once again as no abnormalities were detected. This led to
subsequent GP consultations and a referral to Rheumatology, where she was diagnosed
with Failed Back Syndrome, and referred for surgery and to the Pain Clinic within the
same year. The participant continued to experience ongoing pain and engaged in self-
management for 4 years. She then sought help from GP due to progressing walking
difficulties and fatigue, which resulted in a referral to a hip specialists and pain clinics for
further management. Discharge from the Pain Clinic occurred within one year despite
ongoing pain, with the participant returning to the GP for further guidance and referral.
At this stage, she was given diagnosis of FM by the GP. She disengaged from healthcare
despite ongoing problems, reflected by a 9-year gap in her journey map. The GP remains
the primary touchpoint with regards to progressing symptoms and disability, and at

present, no further referrals have been made (See Figure B, Appendix C4).

Participant 10

Participant 10 is a male with FND, who described a short 6-month journey to diagnosis
and three key services used: the GP, Neurology and Physiotherapy. Attending the GP at
the onset of symptoms, he was referred for and accesses an MRI within several months.
As lesions were identified by MRI, the GP subsequently referred him to a private
Neurologist whom he attended within the year. He was discharged back to the GP with a
speculative FND diagnosis and self-management guidelines. Several months later, loss of
consciousness lead to re-engagement with services through A&E and referral for a
Neurology in-patient hospital stay, where FND was diagnosed. There was no follow up
nor subsequent imaging and the participant was discharged back to the GP. The GP
continued symptomatic treatment with a referral to public Neurology services, for which

the participant had been waiting 3 years at time of interview (See Figure C, Appendix C4).

Participant 7

Participant 7, a male with FND, described an extensive 11-year journey to diagnosis,
during which he engaged with a wide range of healthcare services. These included the
GP, Physiotherapy, Rheumatology, Neurology and Cardiology among others. His patient
map underscores the pivotal role of the GP in facilitating referrals and coordinating
access to multiple specialties, however, extended delays between referrals and first

contact with services were a significant issue. For example, there was a 3-year delay
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between referral and a Rheumatology appointment, and a 4-year delay to a Neurologist
specialised in movement disorders, who eventually diagnosed FND. Continuity of care
was illustrated for Physiotherapy over a number of years as well as ongoing Botox
injections for dystonia at a hospital-based Neurology service. The GP also played a crucial
role in referring to mental health services, both privately and through public primary
care, for the management of ongoing anxiety and depression. Referrals for imaging were
made by specialists (e.g., Urologists, Neurologists) and due to private health insurance

occurred without delay (See Figure D, Appendix C4).
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5.4 Findings I. Interpretative Phenomenological Analysis

The interpretative phenomenological analysis (IPA) of participants’ life stories revealed
10 interrelated superordinate or group experiential themes (GET), which capture shared
patterns of meaning across all participants. As illustrated in Figure 5.2, superordinate
themes concern participants’ lived experiences of (i) their personal contexts,
encompassing subjective experiences of their identity, embodiment, and the evolving
process of adapting to chronic illness, and (ii) the healthcare context, reflecting their
lived experiences of navigating the patient journey and engaging with the healthcare

system.

While these themes offer a structured lens for exploration, each was situated within
participants’ broader life course, shaped by the passage of time and shifting lifeworlds.
Thus, the dynamic, relational and temporal nature of participants’ subjective experiences

is emphasised throughout.

Figure 5.2

Superordinate themes (GET) representing the lived experience of poorly understood
chronic illness over time, across personal and healthcare contexts

Personal Context Healthcare Context
E 1. The unravelling of & normal life 6. Interacting with a broken systam
2. The stabie and changing seif 7. Expeniencing attacks on integrity
3. Relating to and experiencing the body 8, Legitimizing lived experiences
4. Making sense of symptoms 9. Navigating power dynamics
5. Needing others on the journey 10. Becoming disitlusioned
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In the following section, results are presented thematically, with superordinate themes
and subthemes, and illustrative quotes throughout. In line with quality guidelines (Smith,
2011; Nizza et al., 2023), the results are presented in the participants’ context, focusing
on experiential and existential narratives and with close analytic reading of their words.
Convergent and divergent accounts are emphasised and linguistic particularities

retained. Table 5.5 provides brief contextual information about each participant.

Table 5.5

Participant Case Summary

Case Background

1 Dan is a male in his early 20s, navigating life with a range of poorly understood conditions,
including EDS, POTS, ME/CFS and chronic migraine. He experienced generally good health in
childhood, marked by minor injuries, surgeries and hypermobility. His symptoms began to
emerge and intensify during adolescence with a significant impact on his schooling, leisure
activities, social interactions and school life. As he transitioned to young adulthood, the
symptoms grew more severe and at times life-threatening, leading to multiple hospitalisations
and a complex diagnostic journey which continues.

2 Lisa is a female in her early 40s who experienced remarkable good health during her childhood,
adolescence and young adulthood. Her health took a drastic turn following a viral infection at
age 30, after which she developed ME. Following the misinformed guidance of clinicians, she
initially practiced Graded Exercise Therapy, leading to significant deterioration and disability.
Becoming unable to work and bedbound, she began to engage in pacing and entered a 10-year
period of remission. Her symptoms were recently reactivated following vaccine with significant
impact on all aspects of her life at present.

3 Sue is a female in her mid-20s, who has experienced a lifelong journey with chronic pain. She
recalls early onset pain around the age of 5 due to a rare spinal condition. During adolescence,
her pain gradually became more widespread, significantly affecting all aspects of life.
Preliminary diagnoses included Juvenile Arthritis or Fibromyalgia, though these were not
definitive, and symptoms progressed to severe nerve pain despite efforts at management. She
is awaiting further evaluation for a possible diagnosis of Chronic Regional Pain Syndrome (CRPS).

4 Isabel is a female aged in her early 20s, living with ME/CFS, EDS, POTS and chronic pain, among
other symptoms. She recalled good health throughout childhood and adolescence with the
exception of tonsilitis and glandular fever from age 15 onwards. Her health began to decline
significantly during young adulthood in the aftermath of a viral infection, affecting her college,
social and work life, and further declined following vaccine, resulting in hospitalisation. Her
symptoms continue to grow more severe and complex, and her diagnostic and treatment
journey is ongoing.

5 Sharon is a female in her mid-50s who experienced minor health issues during her childh