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ABSTRACT: Cylindroma is a rare tumour which originates from skin appendages. Cylindromas are of
two types namely solitary and multiple. Malignant transformation of cylindroma is unusual and is
extremely rare in solitary type. They show strong predilection for middle aged and elderly females.
We report a case of a 70 year old male patient presented with nodular swelling along with surface
ulceration in the right axillary region since six months, which on histopathological examination
revealed a case of malignant transformation of benign solitary cylindroma. We report a rare case of
malignant cylindroma arising in a patient with solitary cylindroma at an unusual site.

KEYWORDS: Solitary cylindroma, Malignant cylindroma, malignant transformation of benign solitary
cylindroma.

INTRODUCTION: Cylindromas are benign skin appendageal tumors most commonly occurring on
head, neck and scalp. Cylindromas are most likely primitive sweat gland tumors differentiating
toward either the eccrine or apocrine line.! These tumors are of two distinct clinical types namely
solitary and multiple. Solitary cylindroma occur sporadically and occur most commonly on the skin of
the head and neck. Multiple cylindromas are inherited in an autosomal dominant pattern. It occurs on
scalp, rarely on trunk and extremities.23

Multiple lesions can cover the entire scalp giving an appearance of a disfiguring turban-like
appearance hence the eponym “turban tumor”.3 Malignant transformation of a solitary cylindroma is
extremely rare. Malignant transformation occurs more commonly in the multiple variant than the
solitary cylindromas.*

CASE REPORT: A 70 year old male patient presented with painless nodular swelling with surface
ulceration in the right axillary region since six months. There was no history of such type of lesion in
the family. After surgical excision we received nodular tissue mass along with skin flap measuring
7.5x4.5x3cms. Skin flap showed an ulcer measuring 2x2cms. Cut surface show greyish white
appearance. Tissue was submitted for histopathological examination.

Microscopy showed islands of epithelial cells arranged in” jigsaw like” pattern separated by
irregular hyaline sheath. Islands were composed of two types of cells. Cells at the periphery were
small with scanty cytoplasm and hyperchromatic nuclei showing palisading arrangement while large
cells with pale cytoplasm and oval vesicular nuclei were seen in the centre of the islands.

Droplets of hyaline are also seen in many islands. In other areas of tumor, the cells were
arranged in sheets and lobules. Here the cells showed marked anaplasia and pleomorphism with loss
of all three features like peripheral palisading, dual population and jigsaw pattern. Areas of necrosis
were also noted. The hyaline material comprising the sheath was PAS positive. The microscopic
findings were suggestive of malignant transformation of benign solitary cylindroma.
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DISCUSSION: Cylindroma is an uncommon skin appendage tumor that may occur either as solitary or
multiple lesions. Ancell first described multiple cylindromas of the head and abdomen in 1842.15
Billroth and Beobachlung coined the term cylindroma in 1859 due to the epithelial elements of such
growth being enclosed in well-defined ‘cylinders’ of connective tissue.6 The first description of
malignant cylindrocarcinoma was made by Wiedemann in 1929.7

Multiple cylindromas can be associated with Brooke-Spiegler syndrome which also includes
trichoepitheliomas and spiradenomas. Unique gene CY LD on chromosome 16 has been identified,
which is considered to be responsible for multiple cylindromas.38 Malignant transformation of benign
cylindroma is very rare. Extensive search of literature showed 72 documented cases of malignant
cylindroma.* Hosnuter et al revealed 36 malignant cylindroma and out of which only 9 were
solitary.19 Malignant cylindroma occur in 5t to 9th decade of life, with a slight female predominance.*
Our patient is 70 year old male presenting with a solitary noduloulcerative growth in the right
axillary region.

Cutaneous cylindroma presents with pink, skin colored, nodular growth; it may be solitary or
multiple and vary in size from a few millimetres to centimetres. Malignant transformation commonly
presents with ulceration, rapid growth, bleeding and blue to pink coloration of the nodules.148 The
lesions are usually painless but it is not unusual to have pain. On microscopy it showed islands of
cells showing marked nuclear anaplasia and pleomorphism with loss of hyaline sheath, jigsaw
pattern and palisading at the periphery.310 Similar histological findings were seen in our case which
also correlated with other studies..®

Malignant cylindroma being locally aggressive tumor can cause erosion of underlying
structure and bone and can even metastasize to distant organ like stomach, thyroid, liver, lung and
bones.1 39 Transcranial erosion and transcranial invasion by cylindromas has also been reported.3 11
In our case there was absence of lymphatic or vascular invasion.

Immunohistochemically epithelial cells express markers like CEA, EMA, CK6, CK19 and CK7
and myoepithelial cells express S-100 and alpha-smooth muscle actin.t310 Immunohistochemistry is
not helpful in distinguishing benign from malignant cylindroma.

The preferred mode of treatment for solitary lesions is wide local excision because of the
recurrence risk.1* Jamshidi et al suggested that primary lesions should be excised with minimum 2
cms laterally and 1 cm basal surgical margins.’2 Other treatments include scalping, Mohs’
micrographic surgery, laser ablation, electrodessication/curettage cryotherapy, trichloroacetic acid,
retinoic acid, carbon dioxide laser, and radiotherapy.3 4 In order to avoid the recurrence of the tumor,
radiotherapy is advised after complete resection. Also radiotherapy seems to be an option in
inoperable tumors.*

CONCLUSION: Malignant transformation of benign solitary cylindroma is a rare occurrence.
Malignant cylindroma being an aggressive tumor has a tendency for local destruction and distant
metastasis. Therefore, early diagnosis and management offers a patient the best possibility for cure.
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Fig. 2: Benign cylindroma-cells arranged in jigsaw
pattern separated by hyaline sheath (4x, H & E)

Fig. 3: Malignant transformation of benign
cylindroma-tumor cells arranged in sheets and
lobules (4x,H & E)
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Fig. 4: Malignant cylindroma,loss
of dual cell population, hyaline sheath,
and jigsaw pattern (10x, H & E)

Fig. 5:Tumor cell showing large
pleomorphic vesicular nuclei and
prominent nucleoli. (40x, H & E)
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