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Squamous-cell carcinoma arising in a pilonidal sinus: About
a case successfully treated by radiotherapy
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Introduction: Pilonidal sinus is a benign inflammatory disease characterized
by fistulas with exudative discharge. This disease is commonly seen in areas
rich in hair follicles that penetrate the skin under direct pressure such as the
sacrococcygeal region in the predominantly male population. Squamous cell
carcinoma is a rare complication of pilonidal disease. Carcinoma in pilonidal
disease mainly arises after 15-year disease history. The signs of malignant
change are induration, rapid growth and sharp pain in ulcerated tumour. It can
be detected incidentally on post-excisional histopathology. Wide excision with
tumour-free margins remains the treatment of choice.

Case report: We present a case of a 45 years old-man operated for the
pilonidal sinus with discovery on the surgical specimen of a squamous cell
carcinoma without idea on resection limits. The patient, who refused revision
surgery, had presented a tumour progression becoming unresectable, thus he
had received radiotherapy with concomitant chemotherapy with a complete
clinical and radiological response of the tumour.

Conclusion: the treatment by radiotherapy and chemotherapy as radio
sensitizer can be proposed in unresectable locally advanced squamous
cell carcinoma arising over pilonidal sinus.
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INTRODUCTION

Squamous-Cell Carcinoma (SCC) arising in a pilonidal sinus is a
rare complication of a common disease. In all patients, squamous
carcinoma arises in a long-term pilonidal disease. It was found that
malignant transformation occurs in around 0.1% of patients and
in 88% of these cases was of Squamous Cell Carcinoma (SCC)
as histological type. This transformation occurs in neglected
primary lesions, generated by a chronic inflammatory process,
thus it is most frequently seen in older people with longstanding
disease. The gold-standard for treatment is radical excision of the
neoplasm, with tumour-free margins. Some Authors consider the
effectiveness of postoperative chemotherapy or radiotherapy, to
reduce local recurrence.

We reportarare case of SCC developingin a 45-year-old man with
chronic pilonidal disease. The SCC was diagnosed incidentally
on post-excisional histopathology of the sinus pilonidal.

CASE PRESENTATION

A 45-year-old male with chronic pilonidal sinus was admitted to
the Surgery department for the Inflammation that had worsened
in previous months. Clinical examination showed a large right
gluteal abscess extension. Wide excision of all pilonidal sinus
tracts deep to the gluteal muscle fascia and the presacral fascia
taking away the chronic gluteal sedation with macroscopic clear
resection margins along the aponeurosis of the gluteus maximus
was performed.

Histology of operative specimen revealed highly differentiated
squamous cell skin carcinoma. There was no idea about the
microscopic resection margins.

The patient was lost to follow-up and then re-consulted 11 months
after the surgery. Clinical examination found a large 12 cm x 12
cm ulcer-proliferative friable lesion on the sacrococcygeal region
up to the sacral bone (Figure 1). The inguinal lymph nodes were
not enlarged.

A chest, abdomen and pelvic Computed Tomography (CT) scan
showed tissular process budding on the right gluteal region with
irregular contours, heterogeneous after contrast measuring 12 cm
x 2.2 cm X 12 cm in diameter. It extends to the ipsilateral superior
gluteal muscle, to the inter-gluteal fold and comes into contact
with the coccys without bone lysis (Figure 2), right internal iliac
adenopathy of 12 mm and bilateral inguinales adenopathies
of which the largest was right inguinal and measures 2 cm in
diameter.

— 97



98 —

© Oncology and Radiotherapy 17 (3) 2023: 97-100

Surgery was deemed not to be feasible. Subsequently the patient
underwent radiotherapy at a total dose of 70 Gy, 2 Gy per fraction
in 35 fractions in the tumour, 60 Gy-66 Gy on pelvic adenopathies
and inguinal adenopathies received maximal dose depending on
the dose constraints in the organs at risk (especially femoral heads).
Radiotherapy was associated with a concomitant chemotherapy
based on capecitabine at a dose of 825 mg/m?*/12h on the days of
radiotherapy.

6 months after radiotherapy, the patient presented a complete
clinical response of the tumour giving way to a large ulceration
with fibrin in place (Figure 3).

The clinical examination also found a left inflamed inguinal

Fig. 1. Clinical examination before radiotherapy showing a large 12 cm x 12
cm ulcer-proliferative friable lesion on the sacrococcygeal region up to the
sacral bone

Fig. 2. CT scan showing tissular process budding on the right gluteal region with
irregular contours, heterogeneous after contrast measuring 12x2.2x12cm in diameter.
It extends to the ipsilateral superior gluteal muscle, to the intergluteal fold and comes
into contact with the coccys without bone lysis

Fig. 3. Clinical examination after radiotherapy showing complete clinical response of
the tumour giving way to a large ulceration with fibrin in places

Fig. 4. CT scan showing no mass syndrome or pathological contrast enhancement in
the gluteal region.

lymphadenopathy measuring about 2 c¢m in diameter. A chest,
abdomen and pelvic Computed Tomography (CT) scan showed
no mass syndrome or pathological contrast enhancement in
the gluteal region (Figure 4), regression of the pelvic and right
inguinal adenopathies, increase in size of a left inguinal adenopathy
becoming infiltrating the left iliac muscle. In view of the lymph
node progression deemed inoperable, the patient was referred for
chemotherapy

DISCUSSION

Malignant transformation is a rare complication of pilonidal
sinus. Wolf described the first case of SCC arising in a pilonidal
sinus in a 21-year-old woman in 1900 [1].

The mechanism leading to malignant degeneration seems to
be related to a compromise of DNA-repair mechanisms due to
chronic inflammation, which causes the release of free oxygen
radicals by activated inflammatory cells [2].

Immunosuppression and human papilloma virus infection may as
well be predisposing factors inducing this transformation [2].

The incidence of carcinoma arising in pilonidal disease is less than
1% [3]. SCC is the most common carcinoma associated with
chronic pilonidal disease, accounting for approximately 88%
of these patients [3]. Other types of malignancies, such as basal
cell carcinoma and sweat gland adenocarcinoma, have also been
reported. [1]

Itis reported that the mean duration of pilonidal disease malignant
transformation is over 20 years [3, 4]. In addition, the average age
at presentation of any malignant transformation is 49 years of age

(3, 4]).

The diagnosis of pilonidal carcinoma is done by coupling gross
inspection and by biopsy [5].

A central ulceration is often present, with a friable, indurated,
erythematous, and fungating margin in advanced disease [6].
Inguinal nodal metastasis has been reported in about 14% of
cases [7]. It can be detected incidentally on post-excisional
histopathology like in our case [7].

Evaluation should include exploration of the inguinal lymph
node and digital rectal exam [8]. Recto-sigmoidoscopy should be
done if there is suspicion of involvement of the rectum [8]. Image
examinations with CT scan and MRI reveal local and lymph node
infiltration of the tumour and help in treatment planification [8].
A chest, abdomen and pelvic CT scan must be done to diagnose



distant metastases [3,8-11].

According to the literature, the treatment of choice is en-bloc
resection including at least presacral fascia, subcutaneous fat
tissue, muscle and often bone resection [8]. If the rectum or
the anus are infiltrated, an abdominoperineal resection (with
sacrum resection) must be performed [2,9,10]. Prophylactic
lymphadenectomy has not been recommended [2,8]. In our case,
the tumour was very locally advanced so surgery was not feasible.

Some authors propose consideration of adjuvant chemotherapy
and radiation to decrease the local recurrence rate. Adjuvant
radiotherapy associated to free surgical margins decreases local
recurrence to 30% [2,3,10]

The role of adjuvant chemotherapy remains unclear [7], but some
reports have shown that it may be effective in combination with
resection and radiotherapy for high-risk lesions [11].

There are currently no reports on the use of neoadjuvant
cases, but
neoadjuvant radiotherapy was suggested by de Bree et al., because

concurrent chemo-radiotherapy in advanced
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it is expected to reduce the viability of tumour cells that may seed
in the operative field, and this may reduce the size of the tumour

[6,7,10].

In our case, we had a complete clinical and radiological response
of the tumour after treatment that includes radiotherapy and
chemotherapy as radio-sensitizer in this unresectable locally
advanced squamous cell carcinoma arising over pilonidal sinus.

CONCLUSION

Carcinoma arising in pilonidal disease is extremely rare and it is
seen in patients with long standing disease. Wide excision with
a tumour-free margin is gold-standard for treatment. There are
not enough studies to assess the usefulness of preoperative or
postoperative chemo- and radio- therapy.

We propose a treatment that includes radiotherapy and
chemotherapy as radio-sensitizer in an unresectable locally
advanced squamous cell carcinoma arising over pilonidal sinus
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