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CARCINOMA ARISING IN PILONIDAL DISEASE —
REPORT OF TWO CASES

Predrag Kovacevic', Milan Visnjic', Milica Vukadinovic’, Tatiana Kovacevic’, Dragan Mihajlovic’

!Clinical Center Nis, Clinic for Plastic and Reconstructive Surgery

’Medical Faculty Nis

3Clinical Center Nis, Clinic for Anesthesia and Reanimation

“Clinical Center Nis, Clinic for General Surgery
E-mail: tpkovacevic@eunet.yu

Summary. Squamous cell skin carcinoma is a rare complication of pilonidal disease. The signs of malignant change
are induration, rapid growth and sharp pain in ulcerated tumor. Men are mostly involved. Histology defined highly
differentiated squamous carcinoma in one and a bad differentiation in the other. Carcinoma in pilonidal disease
mainly arises after 15 year disease history. Two men were operated on for this carcinoma at Surgical clinic of Nis.
After biopsy, carcinoma was operated radically (large excision) and margins needed to be clean. Immediate
reconstruction was performed with skin grafts and musculocutaneous gluteus maximus peddicled flap. Postoperative
radiation therapy was performed. One patient is disease free after 3 years, but other died 9 months after surgery. The
primary prevention from carcinoma is surgery for early pilonidal disease. Large surgical ressection and clean

margins could obtain satisfactory results.
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Introduction

The most common complications of pilonodal dis-
ease are cellulitis, abscess or recedivant infection and
fistula forming. Malignant degeneration and carcinoma
emerged on the terrain of fistulised pilonidal disease are
extremely rare complications and this condition is de-
scribed within the group of Marjolin cancer. These car-
cinomas appear on the region of chronic irritation or on
scars (burn scars which epithelised spontaneously, or
osteomyelitic fistula). Carcinoma can also be seen on a
place of a long-term infection.

The treatment of carcinoma requires large surgical
excision with margins at least 3 cm into the healthy tis-
sue and immediate reconstruction performed with skin
grafts or rotational flap.

If there are positive lymph nodes in inguinal region
dissection is being done.

Objective

We present 2 cases of patients treated for squamous
cell skin carcinoma as a complication of pilonidal dis-
ease at Surgical clinic of Nis in the period of 5 years.

Case 1

A 57-year-old male was admitted to hospital in May
2002, with large, ulcerated skin tumor in sacrococcygeal

region. Since the age of 40, when he had been diag-
nosed pilonodal disease, he had had 12 incisions and
abscess evacuation, and each time he refused surgical
treatment. In the past year ulceration had appeared, and
occasionally it bled both spontaneously and on pressure,
also there was an unpleasant odorous secretion from it.
Sharp pain occurred two months ago and now it could
not be controlled by taking oral analgetics.

Clinical examination showed ulcerated tumor indu-
ration with 12cm in diameter which bleeds. General
condition of the patient is satisfactory and he has no
other diseases. Lymph nodes in inguinal regions are not
enlarged. By digitorectal examination no induration
towards rectum was found. Laboratory findings include
leucocyte count of 13,000. Radiography of lumbosacral
spine and pelvis is normal. As infection prophylaxis
cephalosporins wer given for three days before the op-
eration. Large tumor excision and immediate recon-
struction using skin grafts and local skin flap was per-
formed on May 27" 2002.

Postoperative period was regular. The skin graft was
primary accepted in 90% of and the remaining defect
epithelised spontaneously through regular bending (Fig.
1,2).

Histology defined highly differentiated squamous
cell skin carcinoma. Resection margins were clear (no
tumor was found).

Postoperative radiation therapy was performed. Pa-
tient was regularly controlled in the next three years and
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no signs of disease progression were found. He died of
myocardial infarctus in may 2005.

—

Fig. 2. Case 1- Postoperative result

Case 11

A 49-year-old male was admitted to hospital in Oc-
tober 2005 with a complaint of the ulcerated skin tumor
in sacrococgieal region. He had had pilonidal disease
ever since he was 28, and a vast number of pilonidal
abscess incisions, but five years ago fistula occurred
which he drained by himself. He had been refusing op-
eration. But now he had sharp pain and significant dis-

P. Kovacevic, M. Visnjic, M. Vukadinovic, et al.

comfort while sitting or lying. He denied any previous
disease or allergy. Clinically, there was a tumor in sac-
rococcygeal region with marked induration measuring
about 8 cm in diameter, and an ulcer in the middle cov-
ered with mixture of necrotic detritus and blood (Fig.3).
Tumor was fixated by the sacrum. Lymph nodes in both
inguinal regions were not enlarged. Digitorectal exami-
nation showed exstraluminal compression on the rectum
from the back side. Laboratory data showed leucocyto-
sis. After tumor biopsy, pathologic studies revealed
squamous cell skin carcinoma. After CT scan of pelvis
and abdomen, coccigeal destruction and sacrum infil-
tration in distal fifth of the bone were found (Fig. 4).

Fig. 4. Case 2- CT scan implies sacral destruction

Preoperatively the patient was treated with antibiot-
ics and local wound dressing for three days. Then he
underwent a surgical procedure. After tumor excision,
parts of anal canal were excised and a tumor mass from
small pelvis was extracted (Fig. 5). Clinically, tumor
was excised in whole all the way to the healthy tissue by
excision sacrovesical septums. Then a resection of a
distal part of the sacrum 2,5 cm from the edge of the
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bone defect was performed. Postoperative defect was
closed with musculocutaneous gluteus maximus peddi-
cled flap on the right, and fasciocutaneous flap on the
left side (Fig. 6). Pathology revealed badly differenti-
ated squamous cell skin carcinoma. All margins were
free of disease. Secondary defect was covered by skin
grafts. At the end of procedure protective sigmoidostomia
was made (Fig. 7).

Fig. 6. Case 2- Defect is reconstructed by musculocutaneous
gluteus maximus flap and 1 skin flap

The postoperative course was regular, with no ab-
domino-perineal complications. The wound healed sec-
ondary, because of graft infection in secondary defect.
That wound was healed by secondary intention. A
month after, rectal fistula appeared. The patient under-
went postoperative radio therapy. Control CT scan two
months after the operation showed no signs of local re-
currence. Six months after, patient was readmitted to
hospital because of the recurring disease locally described
as 6cm in diameter infiltrating rectum and bladder. It was
established by the oncological team that the tumor was
inoperable in this phase, so the patient was treated with
nonspecific adjuvant therapy. Unfortunately, the patient
died 9 months after the surgical procedure.

Fig. 7. Case 2- Definitive sigmoidostomy

Discussion

The first squamous cell skin carcinoma arising in
pilonidal sinus was described in 1900 (1). The frequency
of the carcinoma is very low and in the whole medical
literature less than 100 patients are reported. The inci-
dence of carcinoma arising in pilonidal disease is less
than 0,1%, on anal fissure is 0,1% and with osteomye-
litic fistula is 0,2% (2). Available literature stated out
that the carcinoma is more often in males, the average
age at diagnosis is 52 years and the mean duration of
pilonidal disease before malignant alteration is 20 years
(3). Pilonidal carcinoma is described in higher rate in
immunocompromised patients (receiving imunosup-
pression) (4). Our cases were 49 and 57 years old,
which correlates with literature data.

Pilonidal carcinoma is diagnosed by clinical exami-
nation as a growing, ulcerated mass with indurated
edges, which is very painful and often bleeds. The con-
nection between carcinoma arising and pilonidal disease
is obvious from the anamnesis, and diagnosis is con-
firmed by preoperative biopsy specimen analysis. The
most important ethiological factor is chronic infection
and skin irritation as in osteomyelitic fistula (5). Both
patients had pilonidal disease for many years and re-
fused surgical treatment.

Preoperative diagnosis standards are standard radi-
ography of pelvis and CT scan of small pelvis and sacral
region. Rectal examination is obligatory. Antibiotic
therapy was preoperatively given (6, 7). Preoperative
protocol was carried out as a routine and both patients
were treated with prophylactic antibiotic therapy using
cephalosporins.

Surgical procedure includes tumor excision to the
healthy tissue. Clinically healthy tissue margin excision
involving skin, subcutaneous tissue and gluteal muscle
must be at least 3 cm. Sacral fascia is needed to be re-
moved, as well as coccygeal excision and decortication
or resection of the sacrum is needed to be performed if
there is bone infiltration on CT scan (8). The patient
who had infiltration within the bone structures under-
went resection of the distal fifth of the sacrum.
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Elective inguinal node dissections have not been
recommended. Groin dissections are performed in cases
of both clinically and positive lymph nodes in that area
on sonography. In the reported cases there was not any
lymph node enlargement found in the inguinal region.

Defect reconstruction could be performed primary or
delayed. Depending on the size of the postoperative
defect either skin graft or local flaps are being used for
the reconstruction. Also free tissue transfer (microsurgi-
cal flaps either muscular or musculocutaneous) can be
applied (8). In one case postoperative defect was closed
with skin grafts, and in other with musculocutaneous
gluteus maximus peddicled flap, local skin flap and skin
graft.

After surgery, the radiation therapy is recommended
(8). Both our patients were treated with radiation ther-
apy. Postoperative follow-up protocol includes regular
check-ups by the oncology expert committee: every
three months in the first two years, then every 6 months
till the end of the fifth year and once a year after that.
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Therapy for recurring disease or lymphatic metastases
requires surgical treatment (9).

In one case there was not any disease progression
three years after the operation, but in other, there was a
local recurrence of the tumor and that patient died 9
months after the surgery of metastasis on liver and
lungs. Ten-year survival is rare (6), and system metas-
tasis are often described (3, 8).

Conclusion

Carcinoma arising in pilonidal disease is extremely
rare and it is seen in patients with long standing dis-
ease. The best prevention is surgical treatment of pilo-
nidal disease in its early stage. Surgical treatment of
carcinoma arising on pilonidal disease requires team
work, wide excision and reconstruction using flaps and
skin grafts, and in cases of lymph metastasis inguinal
dissection.
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Kratak sadrzaj: Karcinom na pilonidalnom sinusu je retka komplikacija bolesti. Sumnju hirurga treba da pobudi
induracija i rast ulcerisanog tumora kao i pojava jakih bolova. Cesce se javlja kod muskaraca. Patohistoloski je
dobro diferentovan planocelularni karcinom kod jednog, a kod drugog lose diferentovan. Ovaj tumor nastaje kod
pacijenata sa dugogodisnjom anamnezom (preko 15 godina). Dva pacijenta sa pilonidalnim karcinomom su operisana
u Hirurskoj klinici u Nisu. Hirursko lecenje pacijenta sa karcinomom na pilonidalnom sinusu zaheva siroku radikalnu
hirursku eksciziju uz kontrolu resekcionih ivica i primarnu rekonstrukciju defekta.Rekonstrukcija defekta je radena
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transplantatima koze i reznjevima. Postoperativno je sprovedena zracna terapija. Jedan bolesnik posle 3 godine nema
znakove za recidiv niti metastaze, a drugi bolesnik je umro nakon 9 meseci od operacije. Najbolja prevencija
karcinoma nastalog iz pilonidalnog sinusa je hirursko lecenje pilonidalne bolesti u ranoj fazi. Radikalna hirurska
ekscizija sa kontrolom ivica resekcije moze obezbediti uspeh u lecenju.

Kljucne reci: pilonidalna bolest, karcinom koze, hirurgija
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