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Abstract: Pyoderma gangrenosum (PG), an extra-intestinal manifestation of ulcerative colitis (UC), is extremely rare.
Up to now, there is no any data reported the occurrence of PG in joints, especially in China. The management of
PG associated with UC is a therapeutic challenge. Our report here showed that a female patient diagnosed as UC
complained a pustule in the dorsal side of left wrist, primarily was diagnosed as bone tuberculosis. The pustule
progressed rapidly into a severe painful necrolytic cutaneous ulcer with a pale purple irregular destructive ulcer
edge, this patient was diagnosed by UC complicated with PG, and skin lesions were cured by UC treatment. Here, we
for the first time present a case acquired correct diagnosis and successful treatment of UC associated with PG of
articulations carpi. We report this case here in order to provide more information about this disease to more doctors,
furthermore, to decrease the rates of misdiagnosis and missed diagnosis.
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Introduction

Pyoderma gangrenosum (PG) associated with
ulcerative colitis (UC) is extremely rare. It occurs
in less than 1% of patients with UC [1, 2]. In
China, there is no case report regarding PG in
UC patients. The management of PG associat-
ed with UC is a therapeutic challenge, especial-
ly in China. We herein present a case of wrist
PG associated with UC treated with infliximab
and skin graft successfully.

Case report

A 40-year-old female patient with 8 year history
of UC presented with redness, swelling and
pain of the left wrist dorsal skin for 1 month
was primarily diagnosed as bone tuberculosis
and admitted to the department of orthopedics
of our hospital. This study was conducted in
accordance with the declaration of Helsinki.
This study was conducted with approval from
the Ethics Committee of our hospital. Written
informed consent was obtained from all
participants.

Admission physical examination revealed red-
ness and swelling of the left wrist dorsal skin,

which is about 4.0 cm in diameter. X-ray showed
the cortical bones of her left wrist were intact,
no destruction (Figure 1A). PPD test was nega-
tive. On day 2, pustule (0.8 cm in diameter)
appeared at the site of dermal lesion on the left
wrist. On 3" day, the pustule ulcerated, compli-
cated with some white viscous secretion and
bloody exudation. No pathogenic bacteria were
detected from the exudation. Histopathology
showed inflammatory necrosis tissues, with
several infiltrated neutrophils. The range of the
swelling and ulceration expanded progressively
(Figure 1B). Within 9 days after her admission,
8 purple pustules gradually occurred on the
skin of both lower extremities, some ulcerated
(Figure 1C). At the same time of her left wrist
skin lesion developed, bloody mucopurulent
stool occurred, about 10 times a day, with more
blood. Her body temperature was from 38.1°C
to 39°C. She was transferred to the Gastro-
enterology department. Emergency colonosco-
py showed diffused hyperemia, edema, ero-
sions, focal superficial ulcers, pseudopolyps
and purple bloody bullas in the rectosigmoid
(Figure 1D). Biopsy tissue pathology showed
severe mucosal inflammation and ulcer (Figure
1E). Laboratory examination findings were as
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Figure 1. Features of PG and UC. A: X-ray plain film taken at June 21, 2011 shows that all the bones in left waist are
integrated and normal. B: June 30, 2011, a 10 cm x 6 cm of skin ulceration with a pale purple irregular edge at the
back of left waist is showed, and the vessels and tendons are exposed. C: June 30, 2011, a purple pustule at left
lower extremity and another purple pustule at the external malleolus of right feet. D: June 30, 2011, colonoscopy
exhibits that mucous membrane of colon shows hyperemia, oedemia, widespread erosion, superficial ulcer and
purple blood blister. E: June 30, 2011, histopathological results of mucous membrane of colon show severe muco-
sal inflammation. F: October 10, 2011, skin ulceration at the left waist is healed well two months after discharge.
G: August 17, 2011, rechecked colonoscopy shows hyperemia, few erosion and polypus-like hyperplasia in mucous
membrane of colon. H: July 6, 2011, pustules at left lower extremity and external malleolus of right feet start to

form scars.

follows: stool test showed red blood cell (RBC)
and white blood cell (WBC) in all visual fields.
No pathogenic bacteria could be cultured in the
stool. Erythrocyte sedimentation rate (ESR)
was 106 mm/h. C-reactive protein (CRP) level
was 245 mg/L. She was diagnosed as severe
UC complicated with PG. The patient was com-
menced on mesalazine 1.0 g po. qgid, predniso-
lone 60 mg iv by drip qd, and infliximab 300 mg
(5 mg/kg body weight) five times at weeks 0O, 2,
6 and every 8 weeks after that. Both the skin
lesion and intestinal symptoms significantly
improved after treatment. Ten days later, her
stool turned formed, with normal stool test
result. At the same time, laboratory examina-
tion improved: ESR decreased to 25 mm/h and
CRP returned to 3.38 mg/L. The granulation
tissue of her left wrist grew well, and was cover-
ing the blood vessels and tendons. She was
transferred to the hand surgery department for
skin graft. Seven days after surgery, skin grafts
survived well (Figure 1F). Review of colonosco-
py showed that hyperemia, edema and ero-
sions were improved, and the ulcers and purple
bloody bullas disappeared (Figure 1G). In the
two months follow-up, her condition was stable,
and her left wrist skin was healed.

Discussion

PG is a rare immune-mediated inflammatory
neutrophilic dermatosis with unclear etiology
[3]. It characteristically presents as one or more
painful ulcers with violaceous, undermined bor-
ders on the lower extremities. It was reported
that about 50% of PG might have association
with systemic disorders, such as inflammatory
bowel disease (IBD), connective tissue disease,
haematological diseases, etc. [4].

As an extraintestinal manifestation of IBD, PG
is the second frequently documented cutane-
ous lesion in IBD patients, and occurs approxi-
mately 1-2% patients with IBD [5]. The preva-
lence of cutaneous lesions in UC patients is
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1.9% by analysis of clinical characteristics of
3100 cases of UC from 23 hospitals in China
[6]. It is lower than that of 9%-19% reported in
western [7]. Up to now, the exact information
on the prevalence of PG associated with UC is
absent in China.

The diagnosis of PG is not always straightfor-
ward in that PG associated with UC is extremely
rare, and can’t be commonly encountered by
clinicians. Just as the case abovementioned,
the patient initially was admitted to the depart-
ment of orthopedics because of obvious symp-
toms of left wrist, and gained correct diagnosis
in time because of bowel flares. But the correla-
tion of PG with IBD activity is controversial. One
study included 14 cases of patients with UC
suggested no relationship between active UC
and the PG [8]. It reminds us of the importance
of investigating the patient’s past medical
history.

The treatment of PG associated with UC is
empirical and lack of detailed data due to low
incidence in China. At present, the mainstay
treatment of PG remains immunosuppression
and the most commonly used drugs are sys-
temic corticosteroids. Some several case
reports and reviews have demonstrated the
efficacy of infliximab or etanercept, inhibitors of
tumor necrosis factor-a (TNF-), in the treat-
ment of PG associated with IBD. The only one
randomized, double blind, placebo-controlled
trial indicated infliximab could improve symp-
toms of patients with PG significantly compared
with the placebo [9]. Andrisani et al. reported a
case of UC-associated PG treated with inflix-
imab and surgery successfully [10]. The main
indication of infliximab therapy in PG-associated
with IBD is steroid and immunosuppressive
treatment failure [11]. In our clinical situation,
taking into account the progressive PG and
severe UC flare-up, we chose to treat patient
with infliximab and intravenous steroid in order
to alleviate the patient’s symptoms as soon as
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possible and create appropriate condition for
skin graft. Both the skin lesion (Figure 1H) and
intestinal symptoms improved significantly
after combined therapy.

In conclusion, here we represent a case of PG
associated with UC occurred firstly in the dorsal
side of left wrist. The skin lesions in the dorsal
side of left wrist rapidly deteriorated in that the
early onset was misdiagnosed as bone and
joint disease, and rapidly alleviated by timely
diagnosis and aggressive therapy. PG appeared
at joints has not yet been reported, clinicians
can raise awareness of diagnosis and treat-
ment on PG associated with UC and decrease
the rates of misdiagnosis and missed diagno-
sis by this report.
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