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Foreword

In 1998 the Working Group on CFS/ME set out to consider how the NHS might
best provide care for people of all ages who have this complex illness.

We have approached the work in two stages. First, to listen to, and to try to understand,
the patient and carer perspective on the very wide range of issues surrounding the
management of the illness. Unsurprisingly, when so little is known about the cause of
CFS/ME, there are concerns from patients and their representatives, and from a broad
range of clinicians, over the way the illness is managed. These concerns on management
apply to the NHS, to other government Departments and to the private sector. In
particular, patients and health professionals involved in the care of CFS/ME find much
disbelief about the nature of the illness and of its impact. Perhaps as a result, in many
areas of the country there appears to be a lack of appropriate health care facilities.

In the second stage of our work, in which contributors from the Working Group were
assisted by a Reference Group and many other commentators, we sought to bring
together knowledge on CFS/ME to support initiatives to improve care for patients. This
has been an intricate process, drawing on research evidence, the experience of patients
and diverse clinical opinion. We were assisted in this endeavour by a systematic review
of the evidence which was commissioned by the Department of Health. Although it was
not always possible to resolve some of the differences of view, for perspectives and
opinions on some issues ranged widely across the contributors in the Working Group,
we have been able to bring together a Report which meets our brief of advising on ways
of improving care for children, young people and adults with CFS/ME.

This is an illness that most clinicians will encounter, although to varying extents.
We found that it can, and should, be approached and managed clinically like any
other chronic illness. That is, it can be managed by drawing on evidence and
knowledge of what works best for a particular group of patients, and by using the
usual generic clinical skills for assessment, therapy and care, adapted to the partic-
ulars of the condition and of the individual patient.

The production of this report has been a complex and challenging task and consid-
erable effort has been required to bring this Report together. Many people have given
their time to this enterprise and | wish to record my thanks to all of them. I see this
Report as one unique step in a process of improving care for people with CFS/ME.
There is much to do. But | hope this Report may act as a means of assisting health
care professionals and public and private services to begin that process.

ALLEN HUTCHINSON
Chairman of the Working Group
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chapter 1 | INtroduction

Chronic fatigue syndrome (CFS/ME) is a genuine illness and imposes a substan-
tial burden on the health of the UK population. Improvement of health and social
care for people affected by the condition is an urgent challenge. This report
proposes ways in which clinicians and the NHS might respond to that challenge.
Widespread uncertainty surrounds this condition, so the Working Group does not
claim to present a definitive answer. Rather, we have aimed to bridge gaps in
understanding of CFS/ME and between concerned parties — by highlighting areas
where general agreement exists or by delineating controversy where possible — and
to detail the many positive suggestions and models we have encountered. Where
research evidence exists we have been guided by it.

During the course of preparing the report, the Working Group has continued to be
concerned at the widespread controversy surrounding the existence and nature of
CFS/ME. Patients, their carers, and healthcare professionals encounter different
levels and varying manifestations of disbelief and prejudice against people affected
by the condition. The disbelief and controversy over CFS/ME that exists within the
professions has done nothing to dispel public disbelief in the existence of such a
seemingly varied and inconstant illness.

Our aim has been to hear, understand, and address the disbelief and controversy
where possible. During this process, the Working Group agreed that existing
controversy cannot and should not be used as an excuse for inaction or unsuitable
practice. Instead, we adopted a view that is considered appropriate for many other
conditions: that every patient’s experience is unique and their illness must be
considered and treated flexibly in its own right.

1.1 Background to the report

On the 16 July 1998, at a scientific briefing to the press at the Royal College of
Physicians, the then Chief Medical Officer Sir Kenneth Calman said:

“lI recognise chronic fatigue syndrome is a real entity. It is
distressing, debilitating, and affects a very large number of
people. It poses a significant challenge to the medical
profession.”

At the briefing, he announced establishment of a Working Group on CFS/ME.
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On the 4 November 1998, Sir Kenneth’s successor Professor Liam Donaldson
announced the membership of the CFS/ME Working Group. Professor Donaldson
stated in his press release:

“This initiative will provide us with a real opportunity to review
the practical care and support for patients, carers, and
healthcare professionals alike.”

After an initial exploratory period in which the principal aspects of the brief were
examined, evidence and opinions sought from many quarters, and a systematic
search of the international evidence on CFS/ME commissioned, the brief of the
Working Group’s report was confirmed:

“To review management and practice in the field of CFS/ME
with the aim of providing best practice guidance for
professionals, patients, and carers to improve the quality of care
and treatment for people with CFS/ME, in particular to:

e develop good clinical practice guidance on the healthcare
management of CFS/ME for NHS professionals, using best
available evidence;

¢ make recommendations for further research into the care and
treatment of people with CFS/ME;

e identify areas which might require further work and make
recommendations to CMO.”

1.2 Policy context

The first Task-Force Report provided a starting point for subsequent deliberations
and assessments. A report of a Joint Working Group between the Royal College of
Physicians, the Royal College of General Practitioners, and the Royal College of
Psychiatrists, Chronic Fatigue Syndrome (published in 1996), set out to assess the
field and provided a starting point to inform medical opinion. In addition there
have been two further useful reports by the National Task Force on Chronic
Fatigue Syndrome, Post Viral Fatigue Syndrome, and Myalgic Encephalomyelitis,
an initiative of the registered charity Westcare covering NHS services, and children
and young people.

However, none of these reports was accepted by all and, indeed, some aspects were
perceived by some patients, their carers, and voluntary organisations to be potentially
harmful. The aim of thisWorking Group has been quite different from previous work.
The focus of our report is to provide advice on clinical management that reflects the
importance of individualised, holistic care, and tailoring approaches based on the best
possible evidence to reflect particular needs of the patient and their carers.

The NHS Plan published in July 2000 sets out new arrangements for public and
patients’ involvement. Improving the experience of each patient is at the centre of
this programme, and the plan sets out new mechanisms to increase the influence
of the public and patients over ways in which the NHS is run. One of the most
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fundamental aspects of The NHS Plan is that the system will be redesigned to meet
the needs of patients in the 21st century.

New mechanisms are being put in place to support patients, including a Patient
Advice and Liaison Service and an increased emphasis on the role of patients as
experts. Key changes anticipated include professional education on and support of
self management, improved information to and communication with patients, and
greater choice of healthcare options to support the concept of individualised care.
A First Class Service, published in September 1998, presents arrangements for
setting quality standards in the NHS. The National Institute for Clinical Excellence
promotes clinical efficacy and cost-effectiveness through its clinical guidelines and
Appraisal of Technology Programme.

1.3 Working Group process

The Working Group was established by the CMO with three constituent groups, to
reflect the impact of the illness on all age groups and to draw on the wide experi-
ence of patients, carers, and healthcare professionals (Appendix I). These three
groups — the Key Group, the Children’s and Young People’s Group, and the
Reference Group — had differing but complementary roles.

The Key Group was responsible for surveying the evidence, developing the main
report, and agreeing the final recommendations to the CMO. It was supported by
the Children’s and Young People’s Group, who focused on issues pertinent to this
age group. In undertaking this task, the group worked closely and in parallel with
the Key Group. The Reference Group had an ad-hoc advisory/consultative role,
and members had a wide range of expertise and opinion. A wider clinical network
including practitioners outside of these groups was also consulted. A mix of gener-
alists and various specialists with different backgrounds and experiences were
consulted to ensure that the report would be informative and useful from diverse
perspectives. We are grateful to all colleagues who provided the challenge to sustain
the impetus for this work.

A small subgroup of the Working Group was established to produce a paper on
CFS/ME and the benefits system. This working paper was then submitted to the
CMO in April 2000. Professor Donaldson formally copied the paper to the Chief
Medical Advisor of the Department of Social Security to inform that Department’s
Working Group, which was established to review the benefits system for people
with chronic illness.

1.3.1 Methodology and sources of evidence

Initially, the work of the Key and Children’s Groups was mainly exploratory, seeking
to define the extent of the illnesses’ impact and approaches to care and treatment
from both the patients’ and the health-service’s perspective. Various types of evidence
were used to inform the decisions of the Working Group, and to support exploration
of the issues and the derivation of the guidance and recommendations in this report.
Overall, sufficient research evidence was lacking, and in many areas the quality of
research was not optimal. Therefore, we have used good-quality research evidence
where possible to support commentary on the nature and extent of the range of
illness presented in CFS/ME and on the effectiveness of possible therapies.
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In the case of advice on therapeutic interventions, much of the evidence base was
drawn from a systematic review of management strategies, commissioned by the
Policy Research Programme Division of the Department of Health, and under-
taken by the NHS Centre for Reviews and Dissemination at the University of York
(see Annex 5). This systematic review examined the evidence for the effectiveness
of all available interventions for CFS/ME among adults and children. However, the
Group did not adopt the conclusions of this review in isolation. Instead, we aimed
to synthesise three lines of evidence in a “trident” approach: research findings, the
gualitative experience of patients, and broader clinical opinion. The summary for
clinicians (Annex 6) and the clinical summary for children and young people
(Annex 7) were developed as brief management tools to improve management and
service provision for patients with CFS/ME in the NHS.

1.3.2 Collecting patients’ experience

Harnessing the views of patients, parents, families, and carers to underpin the
guidance was afforded high priority by the Working Group (Annex 3). Two
‘Sounding Board’ events were designed to capture some patient voices and to
ensure that major stakeholders could identify pertinent issues. These events,
together with analysis of supporting material and surveys sponsored by Action for
ME, the ME Association, the 25% ME Group, the Association of Young People
with ME, and the TYMES Trust, have informed the report throughout (see Annex
3). Above all, we have sought to avoid bias in drawing together a picture of the
impact of CFS/ME. The Group aimed to capture views from individuals with
special interests or expertise and from a wider constituency, then to structure this
material to reflect the range of views without giving undue weight to those
restricted to certain individuals or groups.

The Working Group was particularly conscious of the need to reflect the views of
individuals severely affected by the condition, who tend to be overlooked and
under-represented in research, service development, and policy. We are particularly
grateful to: the 25% ME Group, which represents patients who remain severely
affected; the 12 severely affected participants at the Sounding Board events; two
members of the Key Group; and others for sharing their experiences.

1.3.3 Development of the report

This report represents the Working Group’s efforts to review, synthesise, and distil
the wide range of available evidence and opinion, including qualitative patient
evidence and clinical opinion. Throughout, we have aimed where possible to base
our commentary and recommendations on the best quality evidence, and from a
range that includes randomised, controlled trials and clinical anecdote. In the
absence of research evidence to inform many issues, the bulk of the report is
derived from a synthesis of patients’ and clinical experience.Where some data exist,
albeit incomplete and not fully agreed, we used the trident approach, together with
the likely resource implications to inform our conclusions.

An original draft was developed from extracts written by members of the Key
Group, according to their expertise. The report has subsequently undergone a
repeated process of review by the Working Group and has been informed by the
Reference Group and wider clinical network. The drafting process has been directed
by the Editorial Team and undertaken by independent medical editorial staff.
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1.3.4 Limitations of the process

In many cases, the Working Group was limited by the lack of available good-quality
research. In particular, little is known about individuals who make a full recovery
from this condition, and we acknowledge that more should be done to capture the
experience of such patients.

Although the Sounding Board events were wide-ranging, we acknowledge that
these views represent only some patients’ voices, and we did not adequately
capture the views of black and other minority groups affected by CFS/ME. The
Working Group acknowledged that initial work commissioned by Action for ME
from the SAMEC Trust has highlighted the difficulties faced by disadvantaged
groups. This is an area where more research is needed to ensure that these patients
are able to access appropriate health and social care.

1.4 Clinical context

To review management and practice of any clinical condition, certain questions
must first be answered: What is the condition under review? How many individuals
are affected? What is the impact and outlook of the condition? Thus, an early step
in our process was to review available evidence on definitions and terminology,
epidemiology, and prognosis (see Annexes 1-3).

1.4.1 Definitions and terminology

The CMO assembled the Working Group to report on CFS/ME. Many corre-
spondents with the Group noted that the term CFS/ME covered subgroups of
patients who might have different aetiology, symptom complexes, or response to
various treatments. The members of the Key Group, the Children’s Group, and the
Reference Group also reflected this perspective to varying degrees.

Many terms have been used to encompass this condition or clinical entities within
this disease spectrum. Currently, CFS and ME are classified as distinct illnesses in
the World Health Organisation’s International Classification of Diseases. In recent
years, CFS has been the preferred medical term for this disorder, or group of
disorders, although the large majority of patients’ support organisations use the
term ME. The term ME has been applied to the syndrome — or, according to some
interpretations, a subset of it — and is widely used in the community. The Working
Group is conscious that some patients, especially those who are severely affected,
consider the use of the name CFS to be unrepresentative of their iliness experience.

The Working Group decided that the most important requirement concerning
terminology is the need for patients and clinicians to agree a satisfactory term as a
means of communication. A consensus on definitions and terminology is urgently
needed. Although a resolution is beyond the scope of this report, discussions are
underway in the USA with international input, which will, we hope, propose a
long-term solution acceptable to all parties. While awaiting such a solution, the
Working Group suggests that the composite term CFS/ME is used as an umbrella
term and considered as one condition or a spectrum of disease for the purposes of
this report. This approach is consistent with our original terms of reference and
ensures as far as possible an inclusive approach to our review.
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1.4.2 Epidemiology

CFS/ME affects many people and their families in the UK and elsewhere in the
world. Information about actual numbers of people with the condition is very hard
to come by because of the difficulty in defining the illness precisely. Use of restric-
tive case definitions may mean that such estimates are likely to under-represent the
true scale of the disease, particularly the number of people with severe CFS/ME.
Some useful studies have been done (see Annex 1), but despite some large initial
sample sizes, the numbers of cases identified were relatively small and the estimates
statistically imprecise, so not too much reliance can be placed on the findings.

The lack of epidemiological data means that many estimates of incidence and
prevalence are based on extrapolation of results from other populations. There is,
though, no evidence to suggest that similar rates of incidence and prevalence occur
in different populations or ethnic groups. Thus, such extrapolations could be
unreliable. The likelihood is that natural variation does exist between populations
and geographical locations, and that results obtained in one study cannot be
extrapolated to another with any degree of accuracy. However, even this cannot be
said with certainty.

Overall, evidence suggests:
e A population prevalence of at least 0.2% — 0.4%.
e The commonest age of onset is early twenties to mid-forties.

¢ In children, the commonest age of onset is 13-15, but cases can occur as young
as five years old.

e CFS/ME is about twice as common in women as in men.
e |t affects all social classes to a similar extent.

e |t affects all ethnic groups.

Little more is known about the incidence and prevalence of CFS/ME. As a result,
a key piece of information is missing — one that is needed in order to undertake
health-needs assessment as a prelude to provision of an adequate network of
services. This gap needs to be filled if the NHS and other agencies are to meet the
needs of these patients in a comprehensive and equitable way.

It is clear that local community-based studies alone are not sufficient to answer the
outstanding questions about incidence and prevalence. In the UK, the organisation
of primary care services creates a unique opportunity to conduct prevalence
studies on the national scale necessary to generate requisite data. Such studies
could be usefully augmented by community-based studies to detect and quantify
variations in prevalence between communities, and to validate predictions from
national studies (see Chapter 6).
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1.4.3 Prognosis

Although current research evidence on prognosis indicates that only a small
minority of patients recover to previous levels of health and functioning, this
finding must be tempered by the likelihood of selection bias in studies towards
inclusion of those with poorer prognosis. The likelihood is that most patients will
show some degree of improvement over time, especially with treatment. A substan-
tial number of patients will pursue a fluctuating course with periods of relative
remission and relapse, while a significant minority become severely and perhaps
permanently disabled. Gradually progressive deterioration is unusual in CFS/ME
and should always prompt a further detailed clinical review to ensure that there is
no other explanation that has been missed.

However, progressive deterioration can occur in some patients with CFS/ME; the
existence of such patients, many of whom are among the more severely affected,
must be recognised. Many need special attention in the delivery of care and the
provision of support.

As with epidemiological studies of the incidence and prevalence of CFS/ME,
knowledge of the prognosis of the illness is limited both by a lack of agreement on
definitions (with the consequence that different researchers may not be always
studying the same condition) and by a shortage of good studies (see Annex 2).

However, researchers appear agreed on three points:

e Prognosis is extremely variable. Although many patients have a fluctuating
course with some setbacks, most will improve to some degree. However, health
and functioning rarely return completely to the individual’s previous healthy
levels; most of those who feel recovered stabilise at a lower level of functioning
than that before their illness.

e Of all the people in the community who fulfil criteria for CFS/ME, many experi-
ence the majority of their improvement relatively quickly — thus, the distribution
of duration of illness is uneven, with greater numbers having shorter than
average duration of disease.

e In those that do not recover relatively quickly, the illness has a tendency to
become more prolonged and in a minority, the duration is very long.

Overall, there is wide variation in the duration of illness, with some people recov-
ering in less than two years, while others remain ill after several decades. Those who
have been affected for several years seem less likely to recover; full recovery after
symptoms persist more than five years is rare. Irrespective of the statistics, each
individual requires the necessary assistance to maximise their chances of an early
recovery and minimise the impact of the illness.
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During the Working Group process, the strongest message received was that
patients’ voices are not being listened to and understood. This chapter aims to
provide a brief summary of the views of people with CFS/ME and their carers. The
views represented here are those of some patients that the Working Group felt
captured the key issues arising from the body of patient evidence. These views have
been gathered formally and informally then synthesised by the Working Group:
formally, from major voluntary organisations and two Sounding Board conferences
organised by the Working Group; and informally, through correspondence and
conversation with patients and carers, and the experience of clinicians and other
healthcare professionals. The Sounding Board events, in particular, also generated
a host of positive suggestions for improvement of healthcare provision, which are
detailed here, with solutions offered in Chapter 4. Issues of definition and termi-
nology are covered in Chapters 1 and 3 and Annexes 1 and 4. Details of the
Sounding Board process and further information on the impact of CFS/ME are
available in Annex 3.

This chapter is an attempt to reproduce the views as expressed by patients
and their carers.

Key messages

e Patients’ voices are not being listened to and understood.

e People affected by CFS/ME indicated improvements needed in three main
areas:

m Recognition, diagnosis, acceptance, and acknowledgement;
m Healthcare service provision;
m Care of groups with special circumstances.

e Patients reported the need for more healthcare professionals who know
about and understand CFS/ME. Public awareness campaigns, professional
education, and information for patients and carers are accorded high
priority.

e Experiences of primary care are polarised. Positive experiences are
characterised by: “willingness” of clinicians to treat the patient as an equal,
supportive attitudes; belief in the patient’s experiences; and early
recognition and diagnosis.

e Experiences of further care are predominantly negative. Needs identified
include access to specialists and respite-care services.

e Those severely affected by CFS/ME (up to 25% of patients) feel “severely
overlooked™ by services. They experience isolation, lack of understanding,
and particular barriers to accessing all forms of care.
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Key messages

e Children and young people are profoundly affected by public and
professional uncertainties over the illness. Young people also suffer from
impact on their families and from lack of support and expertise within the
education system.

e Individuals with CFS/ME from disadvantaged class/ethnic groups face
special difficulties, yet they are under-represented in research.

e Carers, particularly of young people, need more recognition, support, and
respite.

2.1 Principles

2.1.1 Importance of the patient voice
“My GP and others feel helpless because they don’t know what to
do. I was told: “You’ll probably hear about anything before | do’.”

Acceptance is growing that patients, particularly those with chronic illnesses, have
a wealth of experience about management of their condition. This is acknowledged
by the Government in the White Paper Saving Lives: Our Healthier Nation published
in July 1999, which announced the intention to help people with chronic disease
maintain their health and improve their quality of life. The report The Expert Patient
— A new approach to chronic disease management for the 21st Century (September
2001), sets out how the NHS will empower those living with chronic long term
conditions to become key decision makers in their own care. (See also The NHS
Plan, July 2000, and Chapter 1, section 1.2)

A central activity of the Working Group has been to listen to the voices of patients,
carers, and clinicians when they have described the impact of the illness on patients
and thus to try to characterise these impacts (see Annex 3).

2.1.2 General themes
“Where to go for help? What is wrong? When will ‘it’ go?”
This quote from a Sounding Board participant encapsulates the bewildering

number of issues that can arise throughout the course of CFS/ME. Patients, their
carers, and representatives generally share concerns in three areas:

e Recognition, diagnosis, acceptance, and acknowledgement;
¢ Significant variation and shortcomings in healthcare service provision;

e |Issues particular to groups with special circumstances.

Specific concerns shared by many were identified:

e Importance of early diagnosis;

¢ Need for early information and advice;

¢ Problems arising from disbelief and lack of understanding;

« Difficulties in accessing specialist opinions;
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o Lack of professional education and training;

o Need for improved public awareness.

These concerns were backed up by many positive suggestions for improvements in
every area, which are detailed in specific subsections.

2.1.3 Recognition, diagnosis, acknowledgement, and acceptance

Many issues surrounding the management of people with CFS/ME have their
origins in knowledge (or lack of) and attitudes. Key issues are:

o Poor recognition of CFS/ME by professionals
o Difficulties that arise over diagnosis

o Lack of professional and public acceptance and acknowledgement

Respondents highlighted initial experience as a time when the responses of health-
care services are particularly important. The majority of patients first present to
their GPs with no preconceived ideas on diagnosis. They are experiencing a
complex, difficult, and uncertain illness, with no “hard or fast rules” to follow that
would alleviate symptoms or expedite recovery — “an unplanned journey with no
clear map or directions”. Problematic responses include a lack of belief in the
iliness and other difficulties with diagnosis, notably a “slowness” to recognise that
symptoms might be CFS/ME.

The Working Group heard that national support groups and other voluntary organ-
isations have an important role to increase understanding in the wider community.
However, much needs to be done within the NHS. Many of those consulted are
keen to see an appropriate media campaign to improve awareness.

2.2 Service provision

2.2.1 Patient information and public needs

Many members of the medical profession do not themselves know where to go to
for advice on how to manage CFS/ME, and they are therefore unable to provide
patients with information they require. They often suggest that information can be
obtained from charities or voluntary organisations. Patients try to inform
themselves because they perceive their GPs to be ill-informed; however, they then
can be caricatured as “obsessive”. Carers voice concern about the lack of
supportive and helpful information available throughout the NHS. They also
perceive a lack of communication between healthcare professionals, the impact of
“prejudice”, and an overall lack of understanding of the impact on the family.

10
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Patient information and public needs — patients’ suggestions

e Computer-based database of information on good practice for primary care
staff

e Formal record of arrangements for care between GP and other healthcare
professionals, such as patient-held records

e Information on CFS/ME available from NHS Direct

e Other online information sources for patients

e Credible and correct explanations to patient, backed up with information/
education/leaflets.

2.2.2 Professional education

“GPs could do with more training in how to support people with
incurable/untreatable illnesses and in dealing with their own
feelings of powerlessness.”

Participants felt that the widespread lack of understanding of the condition is not
specific to clinicians but includes other healthcare and social care professionals.
This lack of knowledge was identified by the majority of those consulted, together
with a lack of communication and advice, especially in the early stages, on how to
cope in general with long-term illness for families and sufferers.

Those consulted consider a crucial area to be addressed is raising of awareness
within the NHS. In particular, healthcare professionals should be made aware of
the significant physical, psychological, and social suffering and disability caused by
the illness. The need to increase the number of clinicians who have a special
interest in CFS/ME and who are up-to-date on research is perceived as essential to
improving NHS services.

Professional education — patients’ suggestions

¢ Clinicians with experience in different fields of management and up-to-date
with new developments.

e CFS/ME included as clinical condition(s) in medical curricula.

e Accurate, representative, up-to-date information in textbooks.

e CFS/ME as a topic in medical practitioners’ study sessions.

e NHS ‘roadshows’ to facilitate education, information exchange, and service
development.

2.2.3 Primary care

“My GP was brilliant. He said he didn’t know how to cure me,
but we would work together to make me better.”

Patients have a range of experiences of general practice: some have supportive and
helpful GPs, some report mixed experiences, and others have unhelpful or bad
experiences. Where experiences of GPs are positive, the key factors are “willing-
ness” to treat the patient as an equal, and recognition and belief of the patient’s
experiences. Th