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 Abstract
Anal neoplasia in Inflammatory Bowel Disease is rare and has been associated with HPV and perianal 
disease. We report a case of a large perianal ulcer in a patient with a non perianal Crohn’s disease that it 
was initially misdiagnosed and treated as pyoderma gangrenosum. After a 4-month delay, biopsies of the 
ulcer’s edge led to the rare diagnosis of squamous cell anal cancer.
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Introduction

 The presence of large perianal ulcers is not such a usual manifestation even in patients with pre-
existing Crohn’s Disease (CD) [1,2].

 Differential diagnosis can be challenging, including infectious etiology, autoimmune, systematic 
diseases, cancer and less often medications [3].

 We report a rare case of anal cancer presented as a large painful perianal wound mimicking Pyoderma 
Gangrenosum (PG) in a patient with ileal CD and multiple other comorbidities.

Case Presentation

 A 77-year-old patient with CD diagnosed on 2014, treated with periodic use of oral budesonide, was 
referred to our outpatient clinic due to endoscopic relapse with deep ulcers on terminal ileum on July 2019. 
Patient’s comorbidities included Beta Cell Chronic Lymphocytic Leukemia (BCLL), facial non-melanoma 
skin cancer and diabetes mellitus.
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 He had a satisfactory nutritional status [BMI: 27.2 kg/m2] and laboratory tests showed Hb: 12.8 g/
dl, MCV: 88fl, B12: 194 pg/ml (187-883)], ESR: 34, CRP:0.7 mg/dl (range 0-0.5 md/dl), ferritin: 61 ng/dl 
(range 25-377) and alb: 4.3 g/dl. The therapeutic decision after hematological consultation was to increase 
budesonide to 9 mg. 

 We were planning to repeat endoscopy but the restrictions due to COVID-19 pandemic led to delayed 
in-person physical examination. In October 2020 the patient complained of proctalgia and dyschezia. A 
small 3-4 mm ulceration on the dentate line next to his dilated external hemorrhoids, was noticed. The 
anal canal was stiff with stenosis, on digital examination. He was prescribed mesalazine suppositories. 
Colonoscopy was postponed again due to COVID-19 pandemic. In September 2021 he presented with a 
painful deep ulcerated perianal wound (Figure 1A). 

 An urgent ileocolonoscopy was performed showing some superficial ulcerations in the terminal 
ileum, with biopsies typical for CD. Anal canal was stiff, but the patient denied rectal examination under 
anesthesia. Perianal MRI showed a 4cm ulcerated lesion of the left perianal region extending to the anal 
verge, with suspicion of a fistula. 

 A dermatologist after excluding infectious aetiology (RPR, IGRA test, HPV, CMV, HSV, HIV serology, 
perianal ulcer cultures) concluded to the possible diagnosis of PG. Methyprednisolone (32mg per os) was 
initiated with a gradual dose tapering of 4mg every two weeks. After 5weeks, there was a 25% reduction 
in ulcer’s size (Figure 1B). He was then infected by SARS-CoV-2, and regular follow-up was postponed. A 
month later, the ulcer was again enlarged (Figure 1C). Methylprednisolone was re-increased to 24mg and 
doxycycline was added for 10 days, without any clinical improvement. Finally, biopsy from the perianal ulcer 
showed moderately differentiated anal SCC (Figure 2). A new perianal MR did not show any difference in 
the ulcerated lesion. A chest, upper and lower abdominal CT scan showed stable findings compared to his 
previous radiological evaluations for BCLL. A fecal diversion with temporal sigmoidostomy was performed 
before combined chemotherapy plus radiotherapy. After the completion of chemo/radiotherapy the ulcer 
has been reduced to about 1cm and anal canal stenosis was improved, allowing easier defecation (Figure 
1D). 

Discussion

 Anal cancer accounts for 1-2% of digestive cancers, with SCC in 85% of cases, mainly associated 
with female gender, HPV, anal intercourse and smoking [4].

 Annual incidence of anal SCC has been reported in 0.9/100,000 for Ulcerative Colitis and 2.0/100,000 
for CD, with perianal phenotype in 85% of CD cases. IBD patients have a higher incidence of anal SCC, 
earlier age at diagnosis and worst outcomes [1].

 PG is a rare ulcerating skin disease, associated with IBD in 30% of cases, with the anogenital region 
being affected less commonly [5,6].
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Figure 1: 

 Considering that PG is a diagnosis of exclusion, misdiagnosis has been reported up to 10% of cases 

[7]. Unperformed or non-diagnostic biopsy of the ulcer’s edge is the main reason. 

 In our case the unusual location of a perianal ulcer without any history of perianal CD, no HPV 
infection, the fear for pathergy and the initial atypical response to steroids misguided us.

 “An anal fissure” or a chronic perianal fistula could have led to cancerous transformation. Alternatively, 
it could be a perianal SCC with extension to the anal canal [8]. 

Conclusion

 In clinical practice, perianal region should be routinely examined in IBD patients, especially in case 
of pain and difficulty to defecation. A biopsy of any perianal ulcer should always be obtained to exclude 
even those rare cases of malignancy.

Figure 2: 
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