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Background Pilonidal disease is a chronic inflammatory condition commonly seen by general and colorectal 
surgeons. Malignant transformation of pilonidal disease has rarely been reported and is poorly 
understood.

Summary Our report focuses on a 60-year-old male who presented with a perianal mass in the context of 
untreated pilonidal disease. Clinical, radiographic, and histologic information was gathered from a 
patient diagnosed with squamous cell cancer associated with chronic pilonidal disease. Initial biopsy 
results indicated squamous cell carcinoma (SCC). The patient underwent wide local excision followed 
by rhomboid flap reconstruction. Subsequent pathology confirmed the SCC diagnosis with clear 
margins, and the patient fully recovered without residual symptoms.

Conclusion Malignant transformation can occur in longstanding untreated pilonidal disease, although it is 
rare and often underreported. Surgical treatment typically involves combining techniques used for 
squamous cell carcinoma and pilonidal disease. This includes performing a wide local excision with 
at least 1 cm margins and removing pilonidal pits. In many cases, this also necessitates local flap 
reconstruction.
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Case Description
A 60-year-old male presented to an emergency department 
with symptoms of perianal pain and bleeding. He had a 
history of abscess drainage in his gluteal cleft over 20 years 
ago. Despite occasional discomfort and drainage since 
then, he did not seek medical attention. He works around 
60 hours weekly as a truck driver and mainly sits during 
work. Over the past two weeks, he experienced increas-
ing coccygeal pain with occasional bloody drainage. Upon 
examination, an 8 cm fungating mass was discovered in his 
gluteal cleft (Figure 1). A core biopsy confirmed well-dif-
ferentiated squamous cell carcinoma. No regional lymph-
adenopathy was observed, and a screening CT scan of his 
chest, abdomen, and pelvis showed no distant metastatic 
disease (Figure 2).

With no metastatic disease, wide local excision of this 
mass was recommended. He was positioned prone jack-
knife. Excision and reconstruction were carefully planned 
and marked on the skin. The vertical extent of the mass 
was about 6 cm, with pitting pilonidal sinuses extending 
inferiorly. Therefore, a 13 × 8 cm diamond-shaped incision 
was made to remove the mass along with all pitting disease 
down to the gluteal and presacral fascia. The gluteal fascia 
was left for reconstruction, while the presacral fascia was 
taken with the specimen as a deep margin. The resultant 
significant soft tissue defect was reconstructed with an 8 × 
8 cm rotational rhomboidal skin flap was used for recon-
struction (Figure 3). Gluteal fascia was elevated off the 
underlying muscle and secured to the contralateral fascial 
edge for a deep layer of sutures. A drain was placed under 
the fascial closure.

Figure 1. Fungating Mass in Gluteal Cleft. Published with Permission

Figure 2. Saggital Image From Staging CT Scan. Published with Permission
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Figure 3. A) Planned Wide Local Excision with Negative Margins and Rhomboid Flap, B) Excised Specimen with Negative Margins, C) Soft Tissue Defect, 
D) Rotation of Flap, and E) Closed Wound. Published with Permission
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The final pathology showed a 5.5 cm well-differentiated 
squamous cell carcinoma (SCC) with negative margins 
and a depth of invasion of 0.8 cm (pathologic T2Nx). Fol-
lowing surgery, the patient recovered smoothly. However, 
he developed superficial wound dehiscence at the apex 
of his rotational flap, which was managed with negative 
pressure therapy for about eight weeks. His wound healed 
completely without any signs of local recurrence (Figure 
4).

Discussion
Pilonidal disease occurs as an acute or chronic infection 
typically thought to occur from local trauma of skin and 
hair follicles, followed by trapping of hair particles. The 
natal cleft is the most commonly affected area, predisposed 
by warmth, moisture, friction, and surrounding hair. The 
presentation of sacrococcygeal pilonidal disease is variable, 
as some patients present with acute abscess formation and 
others with chronically draining single or multiple sinus 

tracts. The severity of pilonidal disease varies considerably, 
with some patients nearly asymptomatic and others pre-
senting with complex and disabling sinus tracts.

This case represents a rare example of malignant transfor-
mation of chronic pilonidal disease. This has been described 
in prior case reports and small series;1 it has been suggested 
that carcinoma arises in as many as 0.1% of pilonidal sinus 
specimens. This would be consistent with the incidence of 
SCC in other chronic perianal inflammatory conditions, 
such as Crohn’s disease.2 In our case, the initial physical 
examination findings were suspicious for SCC. In other 
reports, carcinoma has been found incidentally in gross-
ly benign-appearing surgical specimens3 or suspected in 
chronically nonhealing or recurrent wounds.4

Multiple mechanisms contribute to the development of 
carcinoma in the setting of chronic inflammation. Leuko-
cytes and other phagocytic cells can induce DNA damage 
in proliferating cells and additionally release highly reactive 
oxygen and nitrogen compounds that can further promote 
genetic alterations.5 Over 90% of reported pilonidal-asso-
ciated cancers have been SCCs, with basal cell, adenocar-
cinoma, and verrucous carcinomas occurring even more 
rarely.6,7

In our patient, the SCC that developed showed minimal 
local invasion. This contrasts with other pilonidal-associat-
ed squamous cancers in the literature, which have demon-
strated the potential for local destructiveness, extension 
over complex fistula tracts, or metastasis.8 It is important 
to remain vigilant for such possibilities, with clinical and 
radiographic attention focused on inguinal, iliac, and pel-
vic nodes, as well as potential sites for distant spread in the 
abdomen and chest. Once distant and regional involve-
ment has been ruled out, surgical excision should be con-
sidered the primary treatment approach, particularly in the 
form of wide local excision.

Data regarding treatment success is sparse, mostly com-
prised of case reports that report highly variable outcomes. 
One of the larger series combining institutional and litera-
ture reviews found that the recurrence rate of pilonidal-as-
sociated SCC was 39% and that 20% of patients died with 
evidence of recurrent disease. Patients with evidence of 
inguinal node metastases experienced only a seven-month 
median survival.6 Because of high local recurrence rates, 
adjuvant radiotherapy has been suggested in some cases, 
especially in patients with locally aggressive carcinomas 
spreading along fistulous tracts, which were not present in 
our patient.

c

Figure 4. Postoperative Image. Published with Permission

Healed rhomboid flap incision following wide local excision of squamous cell 
carcinoma and associated pilonidal disease
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Conclusion
Carcinoma associated with chronic pilonidal disease is a 
challenging clinical entity due to its rarity and variable 
behavior and aggressiveness. Surgical resection has been 
described as the primary treatment modality for those 
without metastatic disease. Adjuvant radiotherapy has 
been suggested for these patients, though consensus guide-
lines are not available at this time due to its rarity as a 
clinical entity.

Lessons Learned
Pilonidal surgical specimens should be examined closely 
for this entity. Patients with cancers that invade locally or 
spread along fistulous tracts should be monitored closely, 
as recurrence rates may be high.
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