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Colocutaneous fistula through ulcerative colitis and cancer to the
pyoderma gangrenosum: a never-ending story for a single patient.
Case report

C. EBERSPACHER, D. MASCAGNI, L. FRALLEONE, A. MATURO, F.M. DI MATTEO,
F. DE CRISTOFARO, D. MERLETTI, A. SANTORO, P. MASCAGNI, S. PONTONE, D. PIRONI

psy an inflammatory bowel disease with a segmental colitis and stenosis
was diagnosed. After medical therapy, an initial radiological drainage
and a period of parenteral nutrition, he underwent a left hemicolectomy. Despite the previous endoscopic biopsy the histopathological examination put in evidence not only inflammatory disease (in particular
Ulcerative Colitis) but also a colorectal tumor pT4pN0. After the full
recovery before chemotherapy he has developed on the chest and on the
abdomen some painful nodules, with central necrosis, one of those in
contact with one of the ribs. Through TC and RM it was impossible
to understand the precise nature of these skin lesions. With biopsy a
pyoderma gangrenosum was diagnosed and treated until complete resolution.
Discussion and conclusion. Management of inflammatory
bowel diseases can be a true challenge, not only for the intestinal manifestations, but also for all the other features not related to gut. In some cases the same patient can develop many complications, such as
malignancies or rare cutaneous diseases. Despite the initial surprise for
such a weird evolution in a same patient, from fistula to inflammatory
disease to cancer and finally to pyoderma gangrenosum, to face every
single complication following consolidated diagnostic and pathological
paths has been the correct strategy for controlling the disease.
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SUMMARY: Colocutaneous fistula through ulcerative colitis
and cancer to the pyoderma gangrenosum: a never-ending
story for a single patient. Case report.
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Background. Inflammatory bowel diseases may be associated with
many extraintestinal complications, that in some cases can represent
the first onset of these disorders. In particular during the course of the
disease, Ulcerative Colitis develops extraintestinal manifestations very
frequently. One of the rarest is pyoderma gangrenosum, a noninfectious neuthrophilic dermatosis, that can involve most commonly legs
but also other parts of the skin or mucosas. It can be idiopathic or associated with gammopathies, vasculitis, chronic arthritis or, like in our
case, with inflammatory bowel disease and malignancies.
Case presentation. A 38-year-old man was referred to our Department with a colo-cutaneous fistula in the left quadrant of abdominal wall. In the anamnesis he reported a trauma during a soccer
match three weeks before. Through a CT scan and endoscopy with bio-
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Background

Inflammatory Bowel Diseases (IBD), including
two major forms Ulcerative Colitis (UC) and
Crohn’s Disease (CD), are very complex entities
from their pathogenesis to the “remitting and relapsing” bowel inflammation that characterize them.
CD causes transmural inflammation and can affect
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any part of gastrointestinal tract, discontinuously,
frequently with abscesses, fistulas and strictures (16). In UC inflammation is limited to the mucosa of
the colon but the risk of cancer is high. Often the
onset and the course can be atypical for the extraintestinal symptoms (7-9). In particular Ulcerative
Colitis develops at least one extraintestinal manifestation in 6-47% of cases, such as arthritis, uveitis,
pyoderma gangrenosum, sclerosing cholangitis (7,
10-12). They can be related both to the inflammation or to the autoimmunity in the pathogenesis,
with an increase linked to the duration of IBD (1,
13-15). The skin involvement is frequent, especially
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plained of pain and a purulent secretion from an orifice in the left quadrant of abdominal wall. His past
medical history was unremarkable. In the anamnesis
he remembered a month before a trauma during a
football game, then the start of abdominal pain till
the onset of a swelling and then an orifice with previous clear secretion.
There was not fever, nor abdominal distension or
diarrhea. Laboratory finding showed an elevated
white cells count (12.200/μL), CPR levels (7
mg/dL) without other alterations. The abdomen CT
scan and RM showed a homogeneous thickening of
the left colon for 7 cm with a stricture of the lumen,
many lymph nodes of large dimensions and an abscess with fistula communicating with the skin (Figure 1 A, B). A radiological drainage of the abscess,
antibiotic therapy and parenteral nutrition were
started. After two weeks the endoscopy showed an
inflammation limited to the left colon with a stricture overcome with difficulty. It was not possible to
identify the internal orifice of the fistula or to close
it with a OTSC clip for the inflammation. The
biopsy confirmed the IBD, with a high suspect of
CD. Despite the medical therapy and the drainage,
fistula remained productive and after a TC scan that
confirmed substantially the initial aspects (Figure 2)
it was decided to perform a left hemicolectomy with
excision of the fistula and the involved skin. The
postoperative (PO) course was regular, with the recovery of intestinal activity after three PO days, and
dismission in the 8th PO day. But histology showed
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for CD, less common for UC, with prevalence between 5 and 11% (15, 16). One of the rarest is pyoderma gangrenosum, a noninfectious neutrophilic
dermatosis, that can be associated with many systemic diseases not only IBD, but also with rheumatic, hematological diseases, or also with infections or
cancer (metastatic adenocarcinoma of colon or carcinoid tumor). Seventy-eight percent occurs in the
legs, more rarely in other cutaneous sites (16-19).
These lesions appear like nodules or plaques, with a
central necrosis, the border is irregular and surrounded by erythema. They are very painful and sometimes
a mucopurulent secretion can be observed.
We report a rare onset of UC with a colocutaneous fistula, initially attributed to a post-traumatic-abscess then to CD, and only after the surgical
operation and the histopathological examination to
UC and to a misdiagnosed adenocarcinoma of
colon. Despite all the pre-operative exams, both endoscopic with biopsies or radiological, only after the
microscopic exam it was possible to recognize the real pathological entity. The postoperative course was
further complicated by an atypical localization of
pyoderma gangrenosum, near ribs and on the abdomen near the scar of the previous fistula.
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A 38-year-old man was referred to our Department for evaluation and management. He com-

A

Figure 1 - CT scan and RM show a homogeneous thickening of the left colon for 7 cm with a stricture of the lumen, enlarged lymph nodes and an abscess with fistula communicating with the skin (A, B).
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Figure 2 - TC scan confirms substantially initial aspect
and fistula remained productive despite the medical therapy and drainage.
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a totally unexpected entity: an adenocarcinoma of
colon, pT4, for the involvement of the skin without
pathological lymph nodes, but a substrate of UC
with some polyps. According with the oncologist we
decided to start the chemotherapy, but after four PO
weeks the patient complained about the presence of
four painful nodules three on the chest (Figure 3),
strictly attached to the ribs and one near the orifice
of the previous fistula. After one week the nodules
presented a central necrosis, with mucopurulent
content, and a peripheral erythema. RM showed en-

Figure 3 - Presence of painful nodules on the chest strictly attached
to the ribs.

hancement of the nodules after administration of
contrast with signal restriction in DWI (Figure 4): it
was not possible to differentiate inflammatory skin
alterations from metastasis. The excision of one of
the nodules showed the typical neuthrophilic infarction of pyoderma gangrenosum, in the vegetative
form. The initial local therapy with topic corticosteroid was ineffective. Patient benefited from the use
of Clofazimine, an iminophenazine that is mainly
used in the treatment of leprosy and other mycobacterial diseases, for the anti-inflammatory efficacy
rather than antibacterial activity (17-19), with disappearance of nodules in 4 weeks.

Discussion and conclusion
Diagnosis, therapy and management of IBD extraintestinal manifestations can be difficult. Sometimes the onset of IBD can be misdiagnosed because
the first symptom is systemic and there are not evident bowel alterations. In our case even if the colocutaneous fistula was typical for IBD in an adult patient, the previous abdominal trauma and above all
the absence of intestinal manifestations delayed the
correct diagnosis (1, 6, 7). All the radiological and
endoscopic exams (also with biopsy) did not clarify
diagnosis, misdiagnosing not only UC instead of
CD, but also an adenocarcinoma of colon (6-8, 14,
18). The inflammation can cover the alteration due
to a tumor, in particular thickening of the intestinal
wall, stricture and abscess with fistula can be attributed to CD instead of a cancer and a never before
41
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Figure 4 - RM shows an enhancement of the nodules after administration of contrast with signal restriction in
DWI.
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diagnosed UC (7-9, 13). Only the final histopathological examination revealed the correct diagnosis in
a patient without remarkable anamnesis or previous
symptoms.
In addition to the initial anomalous onset of the
UC and the presence of an hidden adenocarcinoma
of colon during the postoperative period an atypical
form of pyoderma gangrenosum affected the same
patient (7, 16). It is a neutrophil-predominant inflammation of the skin, frequently associated with
IBD or cancer, but usually sited in the lower extremities. Also for this manifestation only the biopsy described exactly the nature of the disorder and it was
possible to find the right therapy (13, 16, 17). Despite the initial surprise for such a weird evolution in
a same patient, from fistula to inflammatory disease
to cancer and finally to pyoderma gangrenosum, to

face every single complication following consolidated diagnostic and pathological paths has been the
correct strategy to control the disease.
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