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Abstract

Literature Review: Studies investigating the Quality of Lite (QoL) and experiences of
people with CFS/ME are reviewed. A number of standardised measures of QoL have
been used with people with CFS/ME. Studies have consistently shown significantly
reduced QoL across all domains, compared to the general population and other chronic
1llness groups. The mainly qualitative literature describing the experiences of people
with CFS/ME highlighted the impact of symptoms, experiences of not being believed,
difficulties obtaining a diagnosis and the effects of the 1llness on 1dentity. The
conceptual and methodological limitations of the studies are discussed. The relevance

of the findings to theoretical models of CFS/ME and chronic illness are considered and

recommendations made for future research.

Research Report: A qualitative study was undertaken to explore the experiences of
people with CFS/ME. Semi-structured interviews were completed with eight women.
The results were analysed using Interpretative Phenomenological Analysis. Participants
described initiaﬂy teeling overwhelmed by their 1liness. Attempts to seek help and
advice resulted in experiences of being let down and disbelieved. Participants reacted to
this by seeking information and identifying sources of self help, this enabled them to
increase their sense of control and begin to accept their illness. The relationship of the '

results to existing research and theoretical models of adjustment to CFS and other

chronic 1llnesses 1s discussed.
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Critical Appraisal: A reflective discussion of the process of the research from
1dentifying the research aims, to writing up is presented. Resulting opportunities for

personal, clinical and research learning are highlighted and discussed.
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ABSTRACT

Purpose: Chronic Fatigue Syndrome / Myalgic Encephalomyelitis (CFS/ME) 1s a
condition with unknown aetiology and poor prognosis which has a severe impact on

people’s lives. This review aims to increase the insight of professionals into the lives of

people with CFS/ME.

Methods: A literature review was conducted using EMBASE, PsycInfo and Web of
‘Science databases to identify studies investigating Quality of Life (QoL) and the
experience of living with CFS/ME. The mainly qualitative data describing people’s

experiences of CFS/ME 1s presented as a summary of common themes.

Results: Studies have consistently found severe impairment across all domains of QoL
compared to the general population and other physical illness groups. However,
difficulties exist due to lack of definition of the concept of QoL and the use of a variety
of different measures, smﬁll sample sizes and different diagnostic criteria. A review of
qualitative research studies addressing the experience of living with CFS/ME identified a
number of common themes, including ‘symptoms and their impact’, ‘the importance of
diagnosis’, .‘ impact on 1dentity’ and ‘lack of understanding and disbelief’. The

methodological limitations of such studies are examined.

Conclusions: CFS/ME 1s an illness with a profouﬁd etfect on people’s QoL. This is
perceived to be compounded by a lack of understanding from professionals and the
general population. Clinical and theoretical implications of the findings are discussed and

recommendations are made for future research.
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INTRODUCTION

There is currently a perception by people with CFS/ME that their 1llness and the
difficulties it presents are poorly understood. This paper aims to review current
knowledge about the experiences of people living with CFS/ME, 1n order to increase the
insight of professionals into this condition. Firstly, the research on the QoL of individuals
with CFS/ME will be reviewed. Secondly, the findings from a number ot qualitative
studies will be summarised, in order to explore current knowledge about the experiences
of people living with CFS/ME. Following on from this will be a discussion ot the

findings 1n relation to current psychological theories.

CFS/ME was officially recognised as a ‘real entity’ in 1998 (CFS/ME Working Group,
2002), but has a long and controversial history (see Wessely, 1991; Moss-Morris &
Petrie, 2000). Despite mvestigation of numerous hypothesised causative agents including
infectious, immunological, neuroendocrine, sleep and psychiatric mechanisms, no
consensus has yet emerged on the aetiology of CEFS/ME (Afar1 & Buchwald, 2003;
Komaroft, 2000). Consequently, many different names have been given to CFS over the

years. Following the approach of the CFS/ME Working Group (2002), throughout this

report the term CFS/ME will be used.

A number of different defimtions of CFS/ME are available (e.g. Fukuda ef al., 1994;
Holmes et al., 1988; Sharpe, Archard, & Banatvala, 1991), all of which require new onset
of fatigue of at least 6 month duration with disabling functional impairment and no

identifiable physical or psychological cause. Additional specific symptoms vary between
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definitions but commonly include; sore throat, muscle pain, headaches and post exercise
malaise. Such case definitions have been criticised due to vague and subjective critera,
resulting in poor agreement between physicians (Jason, King, Taylor, & Kennedy, 2000).
Perhaps unsurprisingly, prevalence rates of CFS/ME are found to vary signiticantly.
Afari and Buchwald (2003) suggested rates vary between 0.007-2.8% in the general adult
population, and 0.006-3.0% in primary care. A review of follow up studies by Joyce,
Hotopf, & Wessely (1997) reported that less than 10% of adults diagnosed with CFS/ME
according to full diagnostic criteria returned to pre-morbid levels of functioning at follow
up. CFS/ME is also found in children (CFS/M.E. Working Group, 2002). However, this

review 1s limited to adults with CFS/ME.

Studies have repeatedly shown rates of depression and anxiety in CES/ME to be
significantly higher than in the general population and other physical illness groups (e.g.
Afar1 & Buchwald, 2003; Iversen & Wesseley, 2003). A review by Afari & Buchwald
(2003) reported 50-75% of patients with CFS/ME to have a lifetime history of major
depression, 17-25% panic disorder, 2-30% generalized anxiety disorder and up to 28%
somatization disorder. However, there are difficulties with diagnosis due to overlapping
symptoms. Particularly, diagnosis of somatization disorder 1s suggested to be of limited
use 1 conditions where aetiology remains uncertain, due to the key role of attribution of
symptoms within the diagnosis (Johnson, DeLuca, & Natelson, 1996). Discussion of the
role psychiatric disorders play in CFS/ME 1is controversial and it remains unclear whether
such disorders play a causative role in CFS/ME, are reactive to the impact of the
condition, or occur alongside the illness. However, co-morbid psychiatric disorders have

been suggested to predict poor CFS/ME prognosis (Bentall, Powell, Nye & Edwards,
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2002: Bombardier & Buchwald, 1995; Clark ef al., 1995) and priority should be given to

their assessment and treatment.

Both reports in the literature and anecdotal evidence suggests that people diagnosed with
CFS/ME feel that they are not listened to, believed or understood (CFS/ME Working
Group, 2002; Hughes, 2002; Sykes & Campion, 2002). People with CFS/ME are reported
to be frequently dissatisfied with medical services (Ax, Gregg, & Jones, 1997; Deale &
Wesseley, 2001) and studies of GP’s and other medical professionals contirm that some
professionals remain ‘uncomfortable’ with the concept of CFS and reluctant to diagnose
(Prins, Bleijenberg, Rouweler, van Weel, & van der Meer, 2000; Stein, 2001; Woodward,
Broom, & Legge, 1995). Contradictory beliefs about the cause of CFS/ME, particularly
the suggestion of psychiatric causative factors, and the sense of lack of legitimacy of the
condition, were suggested to affect both patients and doctors (Ax et al., 1997; Deale &
Wesseley, 2001; Stein, 2001; Tailleter, Kirmayer, Robbins, & Lasry, 2003). The
difficulties which appear to exist between some patients and professionals are likely to be

significant barriers to the effective care of this chronic and disabling condition.

Although psychological models of CFS/ME have been developed, with the exception of
Fennell (1995), these have largely focused on cognitive processes hypothesised to be
maintaining the illness (e.g. Friedberg, 1995; Surawy, Hackmann, Hawton, & Sharpe,
1995; Vercoulen et al., 1998). This 1s in contrast to the general chronic illness literature
within which numerous models have been proposed describing the processes of coping
with, or adjusting to, chronic i1liness. Several stage models of chronic illness exist which

identify initial phases at symptom onset of uncertainty, followed by attempts to regain



[.iterature Review

control and mastery and integrate pre and post illness identity (e.g. Calabro, 1990; Moos

& Schaefer, 1984: Morse & Johnson, 1991; Taylor, 1983). Such models may have

relevance to the experiences of people with CFS/ME.

METHODS

A literature search was conducted using EMBASE, PsycInfo and Web of Science
Databases. The search terms ‘Chronic Fatigue Syndrome”’, ‘Mﬁfalgic Encephalomyelitis’
and ‘Post Viral Fatigue Syndrome’ were initially entered. Articles were 1dentitied from
peer reviewed journals which included these terms alongside terms of ‘experience’,
‘subjective’, ‘impact’, ‘qualitative’ and ‘quality of life’. The abstracts of articles were
reviewed to detect those discussing either QoL, or the experience of living with CFS/ME.
For the purpose of this review, this was defined 1in terms of papers which asked about the
experience of living with CFS/ME from the perspective of the person with the i1llness.
Further articles were identified from the reference sections of relevant papers. As the aim
of the review i1s to explore the experiences of people with CEFS/ME, articles using QoL
purely as an outcome measure were excluded. Articles relating to children, and those

discussing general fatigue rather than chronic fatigue syndrome, were also excluded.

QUALITY OF LIFE

Traditionally used measures of medical outcome such as morbidity, mortality and
symptom severity do not sufficiently capture the full impact of chronic diseases such as

CFS/ME. Such illnesses typically impact on the entirety of people’s lives, affecting
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physical health and functioning, relationships, ability to work and leisure activities. The
concept of QoL aims to address this by capturing a more overriding and subjective sense
of how satisfied people are with their life. This could be extremely valuable to aid
clinicians in understanding the impact of CFS/ME and identifying possible areas for
intervention. QoL also has value as an outcome measure to ascertain the efficacy of
interventions which aim to improve general wellbeing or distress, rather than attempting
to ‘cure’. Further, given the hypothesised role of psychosocial factors in CFS/ME, a

person’s QoL may have some influence on their illness course (Anderson & Estwing

Ferrans, 1997)

However, assessing and investigating QoL 1s greatly complicated by the lack of
definition of the concept, and studies investigating QoL may actually be measuring very
dissimilar things. Nord, Arnesen, Menzel, & Pinto (200'1) described QoL as ‘reflecting
individuals overall feeling of wellbeing and their view of the desirability of the life they
are living’. Other researchers have defined QoL 1n terms of the domains covered by the
concept. These have typically included physical functioning, social functioning and
psychological functioning (e.g. Ferrans, 1990; Schweitier, Kelly, Foran, Terry, &
Whiting, 1995). A related concept 1s Health Related Quality of Life (HRQoL). This was
defined as the ‘implications or effects of aﬁ individual’s physical state for their life
opportunities and psychosocial functioning’ (Weinman, Wright, & Johnston, 1993, p3).
Within this review the focus will be on the literature which has aimed specifically to
assess the QoL or HRQoL of people with CFS/ME, with the aim of gaining insight into

the difficulties faced by people with this condition. For the purpose of this review QoL is
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therefore defined as reflecting a sense of people with CFS/ME’s wellbeing or subjective

satisfaction with their current life.

Research Findings

Assessment of quality of life in CFS/ME: Standardised measures described as assessing
QoL used to date with people with CFS/ME are the Medical Outcomes Study Short-Form
General Health Survey (SF-36, Ware & Sherbourne, 1992, used by Buchwald, Pearlman,
Umali, Schmaling, & Katon, 1996; Hardt ef al., 2001; Hyman & Wasser, 1998; Kennedy,
Abbot, Spence, Underwood, & Belch, 2004; Manu, Affleck, Tennen, Morse, & Escobar,
1996; Myers & Wilks, 1999; Smits, Van Rooy, & Nagtegaal, 2002; Tiersky, Matheis,
Deluca, Lange, & Natelson, 2003), the Sickness Impact Profile (SIP, Bergner, Bobbitt,
Carter, & Gilson, 1981, used by De Ridder, Schreurs, & Bensing, 1998; Schweitzer ef al.,
1995), the WHOQoL-100 (WHOQOL group, 1995, used by De Vries & Van Heck, 1997;
Van Heck & De Vries, 2002), the Eurogol (The Euroqgol Group, 1990, used by Myers &
Wilks, 1999), the Quality of Life Index (QLI, Ferrans & Powers, 1985, used by Andersen
& Estwing Ferrans, 1997, Taylor, 2004), the Manchester short assessment ot quality of .
life (MANSA, Priebe, Huxley, Knight & Evans, 1999, used by White ez al., 2002) and
the COOP charts (Dartmouth Primary Care COOP Pfoject, 1992, used by Wagner-
Raphael, Jason & Ferrari, 1999). All studies comparing scores of people with CES/ME
to the general population found significantly reduced QoL 1n people with CES/ME. This
result was found with Euroqol health value and visual analogue scale scores (VAS) and

across all SF-36 and SIP subscales and all WHOQOL subscales with the exception of
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spirituality '. Studies also included samples from different countries and different

recruitment sources (e.g. Hardt et al., 2001; Myers & Wilks, 1999; Schweitzer et al.,

1995; Van Heck & De Vries, 2002).

Looking 1n more detail at these results, greater levels of impairment have been found on
physical functioning subscales than mental health and emotional limitations of role
subscales of the SF-36 (Hardt ef al., 2001; Myers & Wilks, 1999; Smits ef al., 2002,
Tiersky et al, 2003), and on health and functioning subscales than on social/economic
and family subscales of the QLI (Andersen & Estwing Ferrans, 1997). Studies have also
investigated QoL using non standardised measures. Andersen, Permin, & Albrecht,
(2004) reported on changes in QoL over a five year period using a questionnaire focused
on coping with daily living. Andersen ef al. reported high levels of disability affecting
social life and work situation, cognitive abilities and neuropsychological problems. At
five year follow up increases in work disability, allergies and some cognitive difficulties
were found, along with some improvement in emotional problems. However, as a newly
developed questionnaire, limited information on reliability and validity was available and
no comparison group was used. Schweitzer ef al. (1995) and Andersen & Estwing
Ferrans (1997) included qualitative methods to ascertain important aspects of QoL for
people with CFS/ME. Themes to emerge included the profound impact of the iliness with

multiple losses impacting on 1dentity, dissatisfaction with health and functioning,

' SF-36 subscales: physical functioning, role limitations due to physical problems, bodily pain, general
health perceptions, vitality, social functioning, role limitations due to emotional problems, emotional
wellbeing.

SIP subscales: ambulation, body care and movement, mobility, sleep and rest, eating, emotional behaviour,
alertness behaviour, social interaction, communication, home management, recreation and pastimes, work.
WHOQOL subscales: physical, psychological, independence, social relationships, environment,
spirituality/religion/personal beliefs

QLI subscales: health and functioning, social, psychological/spiritual, economic, family

Q
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difficulties with family and social relationships, severe disruptions to recreational

activities, reduction in quantity and/or quality of work tasks and the economic

implications of the illness.

Comparative research: QoL measures have also been used to make comparisons
between groups. Kennedy ef al. (2004) compared people recruited from CFS/ME self
help groups, people with CFS/ME reporting exposure to organophosphates as cause of
1llness and Gulf War veterans with CFS/ME symptoms. Differences between the groups
were tound on some SF-36 subscales. CFS/ME patients from self help groups were
significantly less impaired on role limitations due to emotional problems and mental
health subscales than the other two groups. The Organophosphate group were found to be
significantly less impaired on physical and social functioning, and the Gulf War group
had signiticantly greater levels of bodily pain and poorer general health scores. White ef
al. (2002) found similar levels of QoL, as measured by the MANSA, in people with

CFS/ME attending immunology and psychiatry outpatient clinics. Finally, Hyman and

Wasser (1998) found patients with CFS/ME and functional bowel disease (FBD) scored

significantly lower on general health perception and energy/fatigue on the SF-36 than

patients with FBD alone.

Studies have also compared CFS/ME patient scores to previous research with other
chronic illness groups. Andersen and Estwing Ferrans (1997) reported lower scores of
people with CEFS/ME on all domains of the QLI than found 1n previous research on HIV,
narcolepsy, hemodialysis, long term bone marrow transplant, post chemotherapy cancer,

liver transplant, post angloplasty and coronary artery disease. Van Heck and De Vries

10
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(2002) reported considerably lower WHOQOL scores on physical health, level of
independence, social relationships and environment subscales than elderly groups and
patients with sarcoidosis and psoriasis. In a comparison to patients with Multiple
Sclerosis (MS), Schweitzer ef al. (1995) reported higher SIP scores in CFS/ME patients
overall, but that differences were due to psychosocial functioning and other life quality

measures rather than physical functioning.

Factors affecting quality of life: A limited number of studies have looked at
relationships between QoL and other measures. De Vries and Van Heck (1997) found
moderate correlations between the WHOQOL-100 and SIP in people .with CFS/ME.
Myers and Wilks (1999) found good correlations between Eurogol health value and
visual analogue scale (VAS) and the SF-36, with the weakest correlations between
emotional limitations of role and mental health. Research has also investigated links
between illness duration and severity and QoL. Myers and Wilks found that duration of
11l health was significantly negatively correlated with Euroqol health score and VAS, and
SEF-36 physical functioning, pain, general health and vitality. Andersen et al. (2004),
described above, also reported increased disability at 5 year follow up. In a study using
structural equation modelling, Manu e al. (1996) suggersted that QoL iﬁ CFS/ME was
predicted by physical symptoms, which were correlated with hypochondriacal beliefs and
preoccupations. Additionally, Wagner-Raphael ef al. (1999) reported fatigue severity to
be predictive of scores on the QoL section of the COOP chart scales in nurses with
CFS/ME. However, Schweitzer er al. (1995) found that demographic variables, including

duration of illness, were not predictive of QoL as measured by the SIP. De Ridder et al

IR



[iterature Review

(1998) also found participants’ evaluation of adaptive tasks to be more predictive of QoL,

as measured by the SIP, than illness characteristics or coping styles.

Myers and Wilks (1999) reported that participants working full time had greater physical
functioning and less pain than those who were unable to work. Again, no significant
differences in functioning were found between groups who were and were not working
by Schweitzer et al. (1995). Tiersky et al. (2003) looked at the relationship between
psychiatric 1llness and QoL. Contrary to expectations, Tiersky et al. found concurrent
psychiatric illness to reduce scores on the mental health composite score of the SF-36,

but not the physical health composite. Research on factors affecting QoL to date therefore

appears inconclusive and further research 1s necessary.

Summary

The studies described above have demonstrated the severe impact of CFS/ME on
people’s lives, with participants reporting similar or lower levels of functioning compared
to a number of other chronic 1llnesses. CFS/ME has also been reported to have a greater
impact on physical than psychosocial functioning. However, the lack of definition of the
concept of QoL has severely limited research to date in this area. Several of the measures
described as assessing QoL or HRQoL are measures of health or functional status, and do
not address the more overarching concept of QoL (Allison, Locker, & Feine, 1997; Hunt,
1997; Van Heck & De Vries, 2002). For example, the SIP was designed as a
behaviourally based measure of perceived health status (Bergner et al., 1981) and the SF-

36 and Euroqol are often referred to as measures of health status or functioning (e.g.

172
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Buchwald et al., 1996, Taillefer, Kirmayer, Robbins, & Lasry, 2002). Within the general
QoL literature, level of functioning has not been found to relate directly to a person’s
sense of wellbeing or satisfaction with their life (e.g. Allison ef al., 1997, Hunt, 1997).
Such measures of functional abilities can therefore not be presumed to be assessing QoL
1f this 1s to be defined in terms of a person’s subjective satisfaction with their life. In
contrast, the WHOQOL and QLI consider the subjective nature of QoL to be of key
importance®. As discussed above, recent studies using these measures have continued to
show the severe impact of CFS/ME on all aspects of QoL. A key problem with research
on QoL 1is the lack of conceptual models or theory underpinning the assumptions of QoL.
This makes 1t extremely difficult to assess the validity of different measures or to define
the concept. If a consensus cannot be reached regarding the nature of QoL it may be

necessary to consider whether QoL can be measured 1in a meaningtul way (Hunt, 1997).

In terms of methodological limitations, the QoL studies described above included people
with CFS/ME based on different diagnostic criteria. Studies also varied in recruitment
source with some using medical settings (Andersen ef al., 2004; Hardt ef al., 2001; Myers
& Wilks, 1999; White ef al., 2002), whilst others recruited through support groups
(Kennedy et al., 2004; Van Heck & De Vries, 2002) or a combination of sources
(Andersen & Estwing Ferrans, 1997; Schweitzer ef al., 1995). This causes difficulties
when making comparisons across studies. Further, few studies have used matched
comparison groups within the studies, tending to compare people with CFS/ME to
population norms or previous research findings. Those studies which have used a

comparison group have recruited from an undergraduate university sample (Schweitzer et

* The WHOQOL asks for evaluations of people’s satisfaction with the different aspects of quality of life,
while the QLI weights subscale scores based on ratings of the importance of the area of functioning for the

individual.
13
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al., 1995) and through friends or family of the CFS/ME participant (Van Heck & De

Vries, 2002). These recruitment sources are likely to be affected by biases such as age

and socioeconomic class.

The findings of the studies described above also raise some concerns about the sensitivity
of the EuroQoL and SF-36. Myers and Wilks (1999) reported possible ceiling effects on
mobility and self care subscales of the EuroQoL and floor effects on the role limitations
due to physical problems subscale of the SF-36. Similar difficulties have also been
reported with the use of the Euroqgol and a disease specific version of the SF-36 in
patients with MS (Nicholl, Lincoln, Francis, & Stephan, 2001). Further research 1s
therefore necessary to investigate whether these measures are sufficiently sensitive for
patient groups with severe disability. Contlicting findings were also reported regarding
the relationship between 1llness duration and work status and QoL as measured by the
Euroqol, SF-36 and SIP (Myers & Wilks, 1999; Schweitzer ef al., 1995). The findings of

these studies were based on small sample sizes and further research 1s necessary to clarify

this relationship.

QUALITATIVE EXPLORATORY STUDIES OF LIVING WITH CFS/ME

Qualitative research aims to give a greater depth of insight into peoples’ experiences than
can traditionally be gained through quantitative techniques. The studies reviewed here,
although coming from a variety of perspectives, aim to “tap into” people with CFS/ME’s
own understandings and experiences (Cohn, 1999), and to give the point of view of the

person with CFS/ME (So6derlund, Skoge, & Malterud, 2000). As a result of the rapid

14
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expansion of qualitative research, there is an increasing demand for techniques to
integrate qualitative findings across studies. McCormick, Rodney, and Varcoe (2003) and
Sandelowski and Barroso (2003) have recently discussed approaches to this, the area of
qualitative meta-synthesis or meta-analysis. Such methodologies are still in the early
stages and no uniformly established method exists. There also remains a great deal of
disagreement as to whether such an approach is possible or desirable, particularly given
the difficulties combining data based on different methodologies and theoretical
assumptions. For the purposes of this review, the qualitative studies were examined to
identify commonalities and differences in themes. This therefore 1s a summary of
common themes as stated by the original researchers, and does not attempt to offer a

remterpretation (cf. McCormick ef al., 2003; Paterson, 2001).

A total of 17 studies were 1dentified that included a qualitative component addressing
people’s experiences of life with CFS/ME. Of these, three were separate reports from the
same original studies. Therefore, the studies covered a total of 14 samples. In order to
extract the themes, the results of the studies were read and themes noted down, alongside
a brief description from the text. For studies which did not clearly state themes, the
description of results was read and re-read and key areas identified by the authors were
extracted and listed in a similar way. After reviewing all the individual studies,
commonalities were identified in the overall list of themes, and groups of themes with
similar foci were 1dentified. These themes will be 1llustrated through reference to the
results of relevant quantitative studies and followed by a discussion of the

methodological limitations of such research techniques.

15
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Research findings

Symptoms: Articles described a range of symptoms of CFS/ME, the worst of which were
reported to be exhaustion, or lack of energy, and pain (Cohn, 1999; Séderlund et al.,
2000). Additional symptoms included sleep disturbance and auditory sensitivity.
Cognitive difficulties were also reported which severely affected participants’ ability to
communicate, think and learn (Hart & Grace, 2000; S6derlund ef al., 2000; Tuck &
Human, 1998). Symptoms were reported to be numerous, changeable, unpredictable, hard
to explain and generalised, affecting the whole body (Clarke, 1999; Cohn, 1999; Cooper,
1997; Hart & Grace, 2000). The nature of the symptoms of CFS/ME made 1t extremely
hard to fit in with a society which is suggested to be focused on constant activity, speed -

and ‘scheduledness’ (Ware, 1999).

The range of symptoms described, generally fitted within the CFS/ME case definition
(Fukuda et al., 1994; Holmes et al., 1988; Sharpe et al.,, 1991), and previous quantitative
studies of CFS/ME symptoms (e.g. Vercoulen ef al., 1994). Interestingly, despite the high
rates of depression and anxiety typically reported in people with CFS/ME (e.g. Afan &
Buchwald, 2003), depression was only mentioned within one study (Tuck & Human,
1998). In agreement with the findings of the qualitative ‘studies, cognitive problems are
reported to be some of the most disruptive and disabling symptoms ot CFS/ME (Afari &
Buchwald, 2003). A recent review by Michiels and Cluydts (2001) confirmed a modest
but significant deﬁcit in information processing, impaired working memory and poor

learning of information in people with CFS/ME.

1A
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Misunderstanding and disbelief: A number of studies described participants’
perception that their illness was not believed or understood. This was suggested to relate
to the lack of objective or visible signs of illness. Participants reported that their
symptoms were trivialised (Cooper, 1997; Lehman, Lehman, Hemphill, Mandel, &
Cooper, 2002; Ware, 1992, 1999) or interpreted as psychological or psychosomatic
(Asbring & Nirvinen, 2002; Lehman ef al., 2002; Ware, 1992, 1999; Wheeler, 1992) by
friends, family and doctors. This was experienced by some as a threat to their identity or
‘questioning (their) morality’ (Asbring & Nirvinen, 2002). A range of responses to this
are reported, varying from self doubt to anger (Ware, 1999). Lehman ef al. (2002) found
that participants reporting that their physician failed to legitimize their 1llness had
significantly higher depression and anxiety scores than those who felt legitimized. A
guestionnaire based study by Green, Rome1 & Natelson (1999) also found that 70% of
participants recruited from medical settings believed that other people attributed their
symptoms to psychological causes. The finding of themes describing a sense of not being

believed 1s in agreement with reports described earlier (CFS/M.E. Working Group, 2002;

Hughes, 2002; Sykes & Campion, 2002).

The importance of a diagnosis: As a result of the failure to find legitimacy, participants
began a process of ‘doctor shopping’ (Clarke, 1999, 2000). Participants consulted
multiple doctors seeking an acceptable diagnosis. The d'elay in finding a diagnosis was
perceived to have negative etiects in terms of physical health and psychological
responses such as anxiety, contusion and bitterness (Pinikahana, Holloway & Millen,
2002: Woodward et al., 1995). Cooper (1997) described participants feeling at ‘rock

bottom’ pre diagnosis with no available support. Diagnosis was frequently reported to be
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a key event in the illness course (Clarke, 1999, 2000; Cooper, 1997: Lehman er al., 2002
Pinikahana ef al., 2002; Woodward ef al., 1995). For example, Woodward et al. found
that 90% of participants nominated diagnosis as the single most helptul event 1n the
course of their illness. Obtaining a diagnosis seemed to be important to obtain legitimacy
for illness and to give meaning to the suffering caused by the iliness (Cooper, 1997;
Woodward et al., 1995). Although the diagnosis was perceived as a relief, 1t was also
suggested to bring its own burdens in terms of the potential stigma attached to CFS/ME
(Asbring & Nirvinen, 2002). In agreement with these findings, quantitative studies have
also highlighted people with CFS/ME’s dissatisfaction with doctors and the reluctance of

some doctors to diagnose the condition (Ax ef al., 1997; Deale & Wesseley, 2001; Prins

et al., 2000; Stein, 2001).

Cooper (1997) discusses the expectation that doctors will be able to diagnose and treat
health problems in terms of the ‘public myth-private belief’. Doctors who tulfilied this
expectation were ‘1dealised’ while those who did not were ‘demonised’. In response to
difficulties obtaining a diagnosis, participants began to challenge their own beliefs 1n
doctors’ abilities and to take an active role in understanding and diagnosing their own
illness and in i1ts management (Clarke, 1999, 2000; Cooper, 1997; Hart & Grace, 2000;
Ware, 1992; Wheeler, 1992). Participants also described trying a range of interventions
including pharmaceutical and alternative therapies (Pinikahana et al., 2002). For some
participants taking an active role involved becoming the “expert’ and fighting to convince
doctors of the reality of their illness, whilst for others 1t involved seeking out an expert

doctor who was seen to understand. This was reported to be a turning point for some

people with CFS/ME (Cooper, 1997).

1R



[iterature Review

Trying to make sense of the illness: Within several studies, references are made to
participants having their own understanding or ‘theory’ about the causes ot CFS/ME
(Clarke, 1999; Cooper, 1997; Horton-Salway, 2001; Pinikahana ef al., 2002). This 1s 1n
contrast to the general lack of consensus regarding the aetiology of CFS/ME (Afari &
Buchwald, 2003; Komaroff, 2000). Typically participants’ ‘theories’ are based on a
physical cause with a possible role for psychosocial factors such as stress. Within this
description, reference 1s frequently made to high pre-illness activity levels and stresses, or
life crises occurring around the onset of symptoms (Clarke, 1999; Cohn, 1999; Horton-
Salway, 2001; Pinikahana ef al., 2002). In a related piece of qualitative research,
Clements, Sharpe, Simkin, Borrill & Hawton (1997) discussed the development of
people’s beliefs about the 1llness through ‘prolonged retflection on their own experiences’

and reading of media reports, self help books and patient group literature.

Social impact: CFS/ME is reported to have a severe negative effect on people’s social
lives and ability to work (Pinikahana ef al., 2002; Soderlund ef al., 2000; Ware, 1998,
1999: Woodward et al., 1995). Participants described withdrawing from social contact
due to fatigue, symptom unpredictability, and cognitive difficulties atfecting their ability
to take part in activities and conversations (Hart & Grace, 2000). Moreover, the perceived
lack of understanding by others was suggested to create a sense of distance or
‘unconnectedness’ within existing relationships, further increasing the feeling of social
isolation and reducing potential sources of support. The. strétegies aiming to help cope
with CFS/ME described below, may result in further withdrawal from social contact.
Participants also reported friends and family to have withdrawn from them. Additionally,

CFS/ME symptoms such as cognitive problems, lack of energy and chronic pain make
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getting to work a daily challenge (Ware, 1998). This may cause embarrassment and
shame, and place jobs in jeopardy, resulting in further social 1solation. The social impact
of CFS/ME may be exacerbated by financial problems related to a reduction 1n income,
ditficulties accessing benefits and increasing expenses (Asbring, 2001; Clarke, 1999;
Pinikahana et al., 2002; Ware, 1999; Woodward er al., 1995). Green et al.’s (1999)
questionnaire study, reported 95% of participants to feel estranged due to CFS/ME. The
QoL literature described previously also showed greatly reduced social functioning in
CFS/ME (e.g. Andersen & Estwing Ferrans, 1997; Schweitzer er al., 1995). Despite this,
relatively little research to date has investigated the social context of CFS/ME

(Cordingley, Wearder, Appleby, & Fisher, 2001).

Coping strategies: Ware (1998) described strategies used by participants to enable them
to continue 1n their work roles given the limitations of their illness. These include
prioritizing work over other activities, compensating for deficits, hiding symptoms and
finding flexibility in work demands. The use of such strategies allowed participants to
maintain their place in the ‘social world of healthy people’ (Ware, 1999), but came at a
cost in terms of lack of energy for social activities and distancing from potential sources
of social support. Asbring and Nérvinen (2002) also discuss strategies used by
participants to protect themselves from enacted stigma, and help retain their 1dentity and
position in society. Such strategies included withdrawing from friends and colleagues in
order to conceal the illness and avoid unachievable demands. Conversely, some
participants were reported to actively spread information in order to educate others. Some
participants also chose to approach other people with CFS/ME as a source of support,

whilst others chose to avoid them. Maintaining roles at work and a place within society
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was suggested to be extremely important for an individual’s sense of 1dentity. Similar

strategies of concealment and educating others were also reported in Green ef al.’s (1999)

questionnaire study.

Changes in identity: Studies refer to the dramatic changes forced in the lives of people
with CFS/ME. This is discussed in terms of ‘an earlier identity part lost” and ‘a before

- and after story’ (Asbring, 2001; Horton-Salway, 2001). Participants described very busy
and active lives, which were halted by the onset of fatigue (Clarke, 1999; Cohn, 1999;
Horton-Salway, 2001; Tuck & Human, 1998). Such changes also impacted on the lives of
family members (Horton-Salway, 2001). CFS/ME 1s seen to ‘crash from outside’ taking
away peoples control over their life and ‘knocking the stutfing out of them’ (Cohn, 1999,
Hart & Grace, 2000). The losses of social contact, work and place in society described
above may further impact on people’s sense of identity. Asbring (2001) described
participants being at different stages of ‘coming to terms with’ their new identity. This
was achjeved”through reorganising their lives, getting to know the limits of the body, and
recognising the need for help from others. This may also require changes 1n the
expectations people place upon themselves (Ware, 1999). Adhering to these personal
limitations was reported to facilitate participants’ recovery (Lehman ef al., 2002). Some
participants also described gains from their 1llness, related to changes in priorities and

relationships and personal understanding and strength (Asbring, 2001; Cohn, 1999).
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Summary

The themes described above give some insight into the findings of qualitative studies
Investigating the experience of living with CFS/ME. It is important to consider these
findings alongside their methodological limitations. Established principles for assessing
the quality of qualitative research were used to evaluate the studies described above (e.g.
Elliott, Fischer & Rennie, 1999; Stiles, 2003; Willig, 2001). These differ to those
traditionally applied to quantitative research. However, it must be borne in mind that the
majority of the studi¢s were taken from anthropological or sociological journals. As such
the studies may have had different aims and employed different methodologies. It is

theretore perhaps unsurprising that the studies do not fulfil criteria set out within the

disciplines of Psychology and Medicine.

Key criteria in qualitative research include the transparency of the research process. This

1s achieved through grounding themes in the data by providing quotes and describing the

interview and analysis process. This allows the reader to understand how the themes
emerged, and therefore to ascertain the validity and reliability of this process (Mayes &
Popes, 2000). Research reflexivity 1s also stressed, as 1t 1s acknowledged within
qualitative research that the researcher cannot remain fully objective. Through reporting
on researchers’ perspectives and possible biases, the reader has additional information on
which to judge the validity of the findings. Finally it is necessary to fully describe the
context of the study and the sample, to enable appropriate comparisons to be made to

other samples and clinical populations. The extent to which researchers attempted to

fulfil these criteria 1s presented 1n Table 1.
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All 17 studies provided examples of quotes, but in several accounts it was difficult to
ascertain exactly what participants had been asked. This made it difficult to establish
whether themes emerged naturally as important to participants or were prompted by the
researcher. It 1s also unclear whether some studies focused on particular aspects of the
experience of living with CFS/ME, or whether the reported results represent only a
proportion of the findings. Additionally, only five of the studies used established analysis
methods, although a further three gave some description of the techniques used for
analysis, and few reported any credibility checks for their findings. There was also a great
deal of variability 1n terms of reflexivity or owning one’s perspective. Although some
researchers described their theoretical or philosophical perspective, few discussed their
beliefs regarding CFS/ME. A further difficulty relates to setting the context for the
research, not all the studies reported fully described their sample, participation rates or
recruitment source. Factors which may be important to be aware of when reading such
research include gender, ethnicity, recruitment source and stage or severity of illness. For
example, Cooper (1997) suggested that people contact self help groups because they have

not received satisfactory advice and help elsewhere, thus representing a specific section

of the CFS/ME population.

DISCUSSION

Despite the limitations of research to date, 1t seems that the devastating impact of
CFS/ME is in no doubt. CFS/ME substantially reduces QoL across all domains, and has
further implications for sutferers including the difficulties obtaining a diagnosis, and

facing misunderstanding and disbelief. QoL. seems to be a valuable concept to measure in
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chronic conditions, however, a great deal more research needs to be done to arrive at a
consensual definition and assessment techniques. It may be necessary to design a
CFS/ME specific QoL measure including additional areas of particular importance to
people with this illness. This has previously been done for several conditions such as MS
(Cella, Dineen, & Arnason, 1996) and Cancer (Ferrans, 1990), and a need for add on
modules to cover aspects of QoL specific to chronic illness was suggested by the
WHOQOL Group (1995). Considering the two qualitative QoL investigations and the
discussion of the experience of living with CFS/ME confirms the importance of existing
QoL domains of physical and social functioning and suggests some additional areas
which may be particularly important for people with CFS/ME. However, despite the
evidence of increased rates of psychiatric diagnoses in CFS/ME, the relevance people
with CFS/ME attach to psychological functioning for QoL appears less clear. Themes
which seem to have emerged frequently within the literature include the impact of not
being believed, difficulties obtaining a diagnosis, and financial implications. The
development of more sensitive measures which are representative of the experiences of

people with CFS/ME may be valuable both within clinical practice and as a research

outcome measures.

Theoretical implications

A number of the themes 1dentified from the qualitative literature have similarities to
aspects of the models of adjustment to chronic illness described earlier (Taylor, 1983,
Moos & Schaefer, 1984, Calabro, 1990, Morse & Johnson, 1991), although further

research is necessary to explore this fully. Particularly, Taylor’s (1983) discussion of the
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need to find meaning in illness in order to regain a sense of control and mastery, and
enhance self esteem, appears similar to the themes describing participants’ need to make
sense of their illness. Leventhal er al. (1980) also discuss the importance of 1llness
representations in their self regulatory model of illness behaviour. The area of illness
representations has received a great deal of research attention in CFS/ME. The illness
beliefs of people with CFS/ME have been found to be notably consistent and to remain
constant over time (Moss-Morris & Petrie, 2000), and research has suggested that 1llness
representations, particularly strong 1llness identity, can predict poorer outcome (Edwards,
Suresh, Lynch, Clarkson, & Stanley, 2001; Moss—Morrié, Petrie, & Weinman, 1996).
Illness beliefs and symptom interpretations are also suggested to be involved in the
maintenance of the illness (Friedberg, 1995; Surawy et al., 1995; Vercoulen et al., 1998)
and as such are explored within CBT approaches (Moss-Morris & Petrie, 2000; Prins et
al., 2001; Sharpe ef al., 1996). Within the qualitative stﬁdies described above, finding
meaning for illness was perceived to be a helpful process, assisting participants to cope 1n
the face of little support. Further research is therefore necessary to clarify the relationship

between illness representations, coping and outcome.

Alongside coping with the numerous physical symptoms, people with CFS/ME also
described difficulties with relationships, and experiences of not being understood and
believed. The discussion of misunderstanding and disbeliet and the search for diagnosis
can be related to two main bodies of literature. Firstly, to the discussion of the importance
of illness legitimation and the sick role (Bury, 1982; Stewart & Sullivan, 1982), and
secondly to the area of stigma (Goffman, 1976). Bury (1982) suggested that the

availability of medical knowledge and a diagnosis is important to allow people to
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distance themselves from illness and legitimately relinquish responsibility. The lack of
belief in CFS/ME prevents legitimate access to the sick role and participants were

therefore not able to receive the support or understanding they wished for. This resulted
in feelings of anger, depression and anxiety. Instead of the illness being legitimatised,
participants were faced with potential stigma related to the suggestion of psychological
1llness and the diagnosis of CFS/ME itself. This further added to the burden of the illness.
Similar difficulties and the necessity for role negotiation to gain 1llness legitimation have

also been described 1n relation to MS (Stewart & Sullivan, 1982).

Goffman’s (1976) discussion of stigma highlights the potential threat posed by the
experience of stigma to identity. A number of coping strategies, such as information
control and managing the visibility of the stigmatising characteristic are described, as
reported by Asbring and Nérvinen (2002). The importance of identity in living with
CFS/ME was also highlighted within other common themes, and has been discussed
frequently in relation to chronic illness (e.g. Charmaz, 1983; Wright & Kirby, 1999).
Charmaz (1983) considered the impact of chronic illness in terms of ‘loss ot self”. Major
sources of loss of self were identified as living a restricted life, social 1solation,
experiencing discredited definitions of self and becoming a burden. Again, all these

challenges are experienced by people with CFS/ME.

Clinical Implications

For clinicians coming into contact with people with CES/ME, the extreme and

overwhelming impact of the condition highlighted both by the QoL and qualitative
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literature may help give some insight into the difficulties faced by clients. Particularly
Important to consider are the experiences of disbelief and stigma 1n relation to
professionals ‘psychologising’ symptoms. This is likely to impact on people’s reaction to
reterral to psychology and may need to be addressed carefully. The strength of feeling
against psychologising symptoms is also in concordance with suggested explanations for
high drop out rates from CBT, related to rejection of non medical explanations of illness
(Prins ef al., 2001). As discussed by Sykes and Campion (2002), the suggestion that
CEFS/ME 1s purely psychological and the reaction to this seems to have resulted in a
negative opinion of the role of psychology and psychiatry. This 1s unhelpful and 1t 1s

important for professionals and patients to maintain a collaborative relationship.

The QoL and qualitative literature also highlights additional stresses faced by people with
CFS/ME related to socioeconomic impact, social isolation, illness delegitimisation and
stigma. These are important to consider given the hypothesised role of psychological
factor