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Introduction

Abscesses of the flank and superior gluteal region are generally caused by ruptured 
epidermal cysts, furuncles, and in recent literature, by non-tuberculosis mycobacterial 
(NTM) infections [1]. In addition, untreated gastrointestinal (GI) tract problems such 
as appendicitis and peritonitis may cause a fistula in the gluteal or anal region [2,3].

Crohn’s disease is an inflammatory bowel disease that occurs mainly in the third 
decade of life and is characterized by abdominal pain, diarrhea, and weight loss due 
to GI tract inflammation [4,5]. Fistulae are a complication of Crohn’s disease, often 
occurring in the form of a perianal fistula [6]. The exact pathogenesis of Crohn’s dis-
ease is not known, and the diagnosis is based on the patient’s medical history, physical 
examination results, and laboratory, serological, radiological, endoscopic, and histo-
logical findings [7]. For this reason, diagnosis is difficult and often delayed. We report 
a case of a skin fistula due to Crohn’s disease in a 29-year-old man who was previously 
healthy and had no clinical history of unknown soft tissue infection. For participation 
in this study, written informed consent was obtained from the patient, and the study 
was conducted in accordance with the principles of the Declaration of Helsinki.

Case

A 29-year-old man visited our hospital because of pain and ulcers in the right flank 
and upper gluteal region (Fig. 1). He had no GI tract symptoms such as abdominal 
pain, diarrhea, constipation, or bloody stool; nor had he any known family history of 
the sort. He first noticed the skin abscess 4 months before his hospital visit. The skin 
abscess progressed into an ulcer of unknown cause in the right flank region and tun-
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Abstract

Crohn’s disease is difficult to diagnose owing to its varied symptoms, among which fistulae are a late-stage symptom that appears mainly in 
the form of a perianal fistula. A patient who was previously healthy without clinical history visited our hospital with an ulcer of unknown 
cause at the right flank and gluteal region. Using computed tomography (CT) and colonoscopy, we diagnosed the ulcer as an enterocuta-
neous fistula caused by Crohn’s disease and successfully treated it with general surgery. In young, lean men with skin lesions of unknown 
cause, a CT or colonoscopy test may be useful for diagnosing underlying gastrointestinal problems.
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neled to the upper gluteal region. The patient underwent de-
bridement and direct closure, antibiotic treatment, and wound 
dressing in a local medical center, but the symptoms were not 
relieved. Hence, the patient visited our hospital for further 
evaluation. At the time of his visit, he presented with wounds 
oozing with a large amount of pus that caused a foul odor. The 
open wounds tunneled into the subcutaneous layer. Laborato-
ry tests revealed an elevated erythrocyte sedimentation rate of 
45 mm/hr (normal range: <20 mm/hr) and a high sensitivity 
C-reactive protein level of 2.82 mg/dL (normal range: <0.75 
mg/dL). No other specific findings were obtained, and his vital 
signs were stable. As the skin ulcer was caused by an unknown 

infection, we performed daily irrigation in the operating room 
and administered intravenous antibiotics. NTM tests were 
performed at the same time as the wound cultures to identify 
the cause; however, the results were negative.

Despite the continuous irrigation, the wounds did not im-
prove significantly, and on the seventh day of irrigation, undi-
gested food was found at the wound site (Fig. 2).

The patient had consumed the food found. The suspected in-
fection was considered to be due to a fistula between the skin 
ulcer and the GI tract. Abdominal computed tomography (CT) 
revealed a tract from the ascending colon to the skin (Fig. 3). 
Colonoscopy was performed after consulting a gastroenterolo-
gist (Fig. 4). Colonoscopy revealed a cobblestone appearance 
and stricture of the sigmoid colon. The fistula was not found 
because of luminal narrowing. Based on the clinical symptoms 

Fig. 1. Clinical photograph of the patient at first hospital visit. 
The ulcerative lesion on the right lateral side of the superior glu-
teal region.

Fig. 3. An abdominal CT scan obtained after undigested food 
was found. (A) Coronal and (B) axial views of the CT scan. The 
red arrow indicates the enterocutaneous fistula. CT, computed 
tomography.

Fig. 2. Clinical photograph of the irrigation procedure. The black 
arrow indicates undigested food (fruit seeds) in the lesion.
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and colonoscopy result, the diagnosis of Crohn’s disease was 
confirmed. To treat the enterocutaneous fistula, laparoscopic 
right hemicolectomy and sigmoidectomy (to address the stric-
ture of the sigmoid colon) were performed by a GI surgeon. As 
the GI problem was resolved, the open wounds were closed 
with advancement flaps (Fig. 5). After fully explaining the pur-
pose of the study to the patient, consent was obtained for the 
study and case presentation.

Discussion

In this case, the patient was admitted because of an ulcerative 
wound of the skin without other GI symptoms. The patient 
was thereby diagnosed with Crohn’s disease. Crohn’s disease 
can be confirmed using colonoscopy and biopsy; however, di-
agnosis is often delayed because of the varied manifestations 
of the symptoms, and diagnosis is also difficult because symp-
toms often present only after adulthood [5].

The most frequent initial symptom of Crohn’s disease is di-
arrhea, followed by anal lesion, abdominal pain, and rectal 
bleeding [5,8]. Conversely, enterocutaneous fistulae are rare, 
as noted in a previous case study by Kelly et al., in which only 
four of 239 cases presented with skin fistulae [9].

Fistulae are most commonly found in the perianal region, 
followed by the groins and then the abdominal walls [6,10]. In 
addition, skin fistulae from Crohn’s disease appear after signif-
icant progression of Crohn’s disease. In this case, the ulcer was 
in the flank and gluteal area, and the patient had no GI symp-
toms. Therefore, it was difficult to assume whether the fistula 

was related to a GI tract disorder. For this reason, it took more 
than 4 months for the patient to be diagnosed with Crohn’s 
disease.

In Crohn’s disease, the fistula originates from the epithelial 
defects that develop during chronic inflammation. The epithe-
lial-to-mesenchymal transition (EMT) and intestinal epithelial 
cells penetrate into the deeper tissue layer, which causes tissue 
damage to the body surface and creates a connection. After-
ward, fistula formation and growth are further facilitated by 
the presence of EMT inducers such as the transforming 
growth factor and pathogen-associated molecular patterns 
[11].

In addition to Crohn’s disease, various diseases such as di-
verticular disease and acute pancreatitis can form enterocuta-
neous fistulae that open out onto the skin while the main cause 
is surgical complications [12,13]. Enterocutaneous fistulae can 
occur in any disease, but with low incidence, it is difficult to 
diagnose.

Hawker et al. [14] studied enterocutaneous fistulae in Crohn’s 
disease. Most of these fistulae were of ileal origin while the next 
most frequently observed originated from the colon. In the 
present case, the fistula originated from the colon. In most of 
the previous cases, the patients presented with malnutrition. 
As the fistula manifests late in the course of the disease, it is of-
ten diagnosed after Crohn’s disease and weight loss had pro-
gressed. In the present case, the patient’s height was 177.7 cm, 
weight was 60.7 kg, and body mass index was 19.2 kg/m2.

Consensus has not yet been reached on optimal manage-
ment of the enterocutaneous fistula in Crohn’s disease. Cur-

Fig. 4. A colonoscopy photograph showing cobblestone appear-
ance of the colon.

Fig. 5. Two-month postoperative clinical photograph. The healed 
skin on the site of the fistula wound.
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rently, surgical intervention and nutritional and metabolic 
support are favored over palliative treatment [14].

In conclusion, in young, lean men with chronic skin lesions 
of unknown origin in the flanks, upper gluteal region, and anal 
areas, a CT or a colonoscopy test may be useful for the diagno-
sis of underlying GI problems.
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