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ABSTRACT

Extraintestinal features may be observed
in patients with ulcerative colitis (UC).
We describe a 69-year-old woman who
was initially diagnosed as having poly-
myalgia rheumatica (PMR). Prednisone
was progressively tapered to complete
discontinuation a year and a half after
PMR diagnosis. However, at that time,
she started to complain of asthenia, ab-
dominal cramping and pain on the left
side, weight loss and bloody diarrhoea.
A colonoscopy confirmed a diagnosis of
left-sided UC. She experienced several
[flares of the disease that required admis-
sion and treatment with high-dose corti-
costeroids and azathioprine. Colectomy
was performed as the disease became re-
[fractory to these therapies. Four months
after surgery, when the patient was not
receiving any corticosteroid therapy,
she started to feel dull and achy pain
in the thighs along with claudication of
the lower limbs. An 18F-fluorodeoxy-
glucosepositron emission tomography
with CT (FDG PET/CT) disclosed an
inflammatory process with mild-moder-
ate diffuse increased metabolism in the
thoracic aorta and markedly increased
FDG uptake in the in the femoral and
posterior tibial arteries on both sides.
Treatment with the anti-TNF-alpha
monoclonal antibody-adalimumab (40
mg every 2 weeks subcutaneously) along
with prednisone (initial dose 15 mg/day)
yielded rapid improvement of symptoms.
Also, a new FDG PET/CT performed 4
months later disclosed marked decrease
of FDG uptake in the involved arteries.
This report emphasises the importance
of suspecting the presence of large-and
medium-vessel vasculitis in a patient
with UC presenting with musculoskele-
tal features. It also highlights the benefi-
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cial effect of TNF-antagonists in vascu-
litis associated to UC.

Introduction

The most characteristic features of ul-
cerative colitis (UC), a form of inflam-
matory bowel disease (IBD), are the
result of gastrointestinal manifesta-
tions, mainly diarrhoea with blood and
mucus.

Extraintestinal features may be ob-
served in patients with UC. However,
polymyalgia rheumatica (PMR) has not
been described to precede a diagnosis
of this condition. Also, although aorti-
tis in patients with Crohn’s disease has
been reported (1-3), to the best of our
knowledge, large- and medium-vessel
involvement in the setting of UC is ex-
ceptional. In this regard, there are only
a few cases of large-vessel vasculitis
in patients with UC (4-6). Moreover,
these cases involved young individuals
that fulfilled definitions for Takayasu’s
disease (4-6).

In the present report we describe a pa-
tient initially diagnosed with PMR in
her late sixties. Afterwards, she was
also diagnosed with UC. Large- and
medium-vessel involvement was sus-
pected because of the development of
an atypical flare of PMR consisting of
severe inflammatory pain and claudica-
tion of the lower limbs without eleva-
tion of erythrocyte sedimentation rate
(ESR). An 18F-fluorodeoxyglucose-
positron emission tomography with CT
(FDG PET/CT) disclosed the presence
of vasculitis involving the aorta and the
arteries of the lower extremities.

Case report
We report the case of a 69-year-old
woman who had been initially diag-
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Fig. 2A. Moderate
diffuse FDG uptake
in the thoracic aorta.
Fig. 2B. Mild vas-
cular FDG uptake
in the thoracic aorta
. following anti-TNF-
alpha therapy

nosed as having PMR because of pain
and aching involving mainly the neck,
the shoulder girdle and proximal as-
pects of the arms and in a less severe
way the pelvic girdle and proximal as-
pects of the thighs associated to morn-
ing stiffness of more than 1 hour dura-
tion and an ESR greater than 50 mm/1*

hour. At that time her past medical his-
tory was unremarkable. Treatment with
prednisone 10 mg/day was started with
rapid improvement of symptoms and
normalisation of acute phase reactants.
Prednisone dose was progressively ta-
pered to complete discontinuation a year
and a half later. However, at that time,
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she started to complain of asthenia, ab-
dominal cramping and pain on the left
side, weight loss and bloody diarrhoea.
A colonoscopy revealed a diffuse pat-
tern of erythema, superficial ulceration,
friability, and mucopus extending in a
continuous pattern on the left side of the
colon. Tissue biopsies from the mac-
roscopically involved areas disclosed
continuous crypt architectural distor-
tion with crypt abscesses and expanded
acute and chronic inflammatory cells in
the lamina propria (Fig. 1) confirming a
diagnosis of left-sided UC. Regrettably,
the patient experienced several flares
of the disease that required admission
and treatment with high-dose corticos-
teroids and azathioprine. Colectomy
was performed as the disease became
refractory to these medical therapies.
Four months after surgery, when the pa-
tient was not receiving any corticoster-
oid therapy, she started to feel dull and
achy pain in the thighs along with clau-
dication of the lower limbs. However,
typical symptoms of PMR such as pain
and aching in the arms and shoulder
girdle were mild at that time. She de-
nied headache or other cranial features
of giant cell arteritis. In addition, the
ESR was only 12 mm/1* hour. Blood
cell count, serum chemistry and urine
analyses only disclosed slight micro-
cytic anaemia. Antinuclear antibodies,
antineutrophil cytoplasmic antibodies,
antisaccharomyces cerevisiae antibody
(ASCA), rheumatoid factor, anti-CCP
antibodies, serum complement C3 and
C4 levels were negative or normal.
Likewise, screening for coeliac disease,
serological tests for hepatitis B and C,
HIV, cytomegalovirus, parvovirus B19,
mononucleosis, borrelia, and brucella,
and skin tuberculin test were negative.
Also, a chest x-ray was normal.

Taken together all these data along
with the presence of atypical features
of PMR such as the predominance of
symptoms involving the thighs with
only mild pain in shoulders and nor-
mal ESR, a diagnosis of aortitis with
involvement of lower extremity vessels
was suspected. Interestingly, FDG PET/
CT disclosed an inflammatory process
with moderate diffuse increased metab-
olism in the thoracic aorta (grade 1-2
on a 0-3 scale) and markedly increased
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FDG uptake in the femoral and poste-
rior tibial arteries on both sides (grade 3
on a 0-3 scale) consistent with vasculi-
tis of large- and medium-vessels (Figs.
2A,3A,4A). Because of the presence of
vasculitis and the previous history of
UC that had failed to respond to aza-
thioprine therapy, in an attempt to spare
high-dose corticosteroids, treatment
with the anti-TNF-alpha monoclonal
antibody-adalimumab (40 mg every
2 weeks subcutaneously) along with
prednisone (initial dose 15 mg/day)
was initiated with rapid improvement
of symptoms in the lower extremities.
Four months later prednisone dose had
been reduced to 7.5 mg/day and the
patient was free of symptoms. At that
time and a new FDG PET/CT showed
mild vascular FDG uptake in the tho-
racic aorta as well as markedly decrease
of vascular FDG uptake in the femoral
and posterior tibial arteries (grade 1 on
a 0-3 scale) (Figs. 2B, 3B, 4B).

Discussion

This case emphasises the need to keep
in mind a large- and medium-vessel
vasculitis as a potential extraintestinal
manifestation of UC. This may be par-
ticularly true in cases presenting with
of atypical manifestations of PMR in
the setting of this IBD.

There are several considerations that
deserve to be taken into account in this
singular case. First, the patient was
initially diagnosed as having PMR be-
cause she fulfilled classification crite-
ria for this condition (7). With respect
to this, PMR is relatively common in
elderly women from Western coun-
tries (8) and its diagnosis is relatively
straightforward when typical symp-
toms are present (9). However, clinical
and laboratory findings in PMR are not
specific and PMR features have been
reported in the setting of different con-
ditions including autoimmune diseases
(10, 11). Therefore, in some cases a
disease different from “pure” isolated
PMR must be searched, in particular
when clinical features are not typi-
cal or corticosteroid therapy does not
yield rapid and dramatic improvement
of symptoms (12-14). Although in our
case the patient initially presented with
typical manifestations of PMR, it is
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Fig. 3A. and 4A. Mark-
edly increased FDG up-
take in the femoral and
posterior tibial arteries of
the lower limbs.
Fig.3B.and 4B. Decrease
of vascular FDG uptake
following anti-TNF-alpha
therapy.

3B

4A 4B
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plausible to think that PMR symptoms
could have also been manifestations of
an IBD whose gastrointestinal manifes-
tation had initially been masked by the
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corticosteroid therapy. This speculation
is supported by the occurrence of diges-
tive symptoms as soon as prednisone
was discontinued.
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Second, the presence of aortitis and
lower extremity vasculitis in the context
of UC required further discussion. With
respect to this, UC is known to be an un-
common cause of secondary large-ves-
sel vasculitis (4-6). In this regard, un-
like most cases reported previously (4-
6), our patient did not fulfill definitions
for Takayasu’s arteritis. We realise that
a large- and medium-vessel vasculitis
may represent a diagnostic challenge in
our case since the only clue for suspect-
ing this complication was the presence
of atypical features of PMR. However,
as emphasised by Pipitone and Sal-
varani, FDG PET/CT may be useful to
detect large-vessel vasculitis (15). This
may be especially true in some patients
presenting with PMR features that do
not experience adequate response to
corticosteroid therapy or exhibit atypi-
cal PMR manifestations. By this tech-
nique these authors disclosed a vascu-
litis involving only the lower extremi-
ties in a patient presenting with PMR
features (16). In our case combined
therapy with prednisone (initial dose
15 mg/day) and the fully human anti-
TNF-alpha monoclonal antibody-adali-
mumab yielded a rapid improvement of
symptoms. Although the role of PET in
the follow-up of large-vessel vasculitis
require further elucidation a new FDG
PET/CT performed at month 4 after the
onset of this combined therapy showed
an important decrease of vascular FDG
uptake in our patient.

Finally, as described in some corticos-
teroid-refractory patients with PMR

(17), our results highlight the beneficial
effect of TNF-alpha antagonist therapy
in the management of patients with se-
vere extraintestinal manifestations of
UC.

In conclusion, the present report re-
marks the importance of suspecting the
presence of large- and medium-vessel
vasculitis in a patient with UC present-
ing with musculoskeletal features. The
spectrum of extraintestinal manifesta-
tions of UC may be wider than it was
previously considered. Rheumatolo-
gists should be aware of the possibil-
ity of a silent large and middle blood
vessel vasculitis in patients presenting
with UC when atypical musculoskeletal
manifestations are present.
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