Letters to the Editor

Bilateral subungual epidermoid inclusions of big toes

Sir,

Epidermoid cysts are among the most common benign skin tumors.
However, their location in the nail apparatus is infrequent. Subungual
epidermoid inclusions were first described by Sammam in the toe nail
and later, in the fingernail by Lewin.! Multiple bilateral subungual
epidermoid inclusions are a rare presentation. We hereby describe a
case of multiple bilateral subungual epidermoid inclusions of both
big toes in an Indian farmer.

A 68-year old farmer presented with multiple soft masses under the
nails of both big toes of approximately 10 years duration. There
was intermittent purulent discharge from the lesions associated with
pain that used to resolve with systemic antibiotic therapy and rest.
However, this was not followed by any diminution in the size of the
lesions. The frequency of such episodes was 3—4 times a year and
no inciting factors could be identified on history. Other toenails or
fingernails were unaffected. He gave a history of working bare-feet and
kneeling often in the fields. Examination revealed multiple bilateral
soft, cyst-like nodules under the distal free edge of both big toes’
nails [Figure 1]. In addition, onycholysis, subungual hyperkeratosis
and yellowish discoloration of nail plates were observed. X-rays of
the feet did not reveal any abnormality. Excision biopsy from one of
the lesions revealed bulbous elongation of the rete ridges with cyst
formation that contained compact keratin. The granular layer was
absent in the cyst wall [Figure 2]. These findings were consistent
with clinical diagnosis of subungual epidermoid inclusions. Punch
excision of the lesions in multiple sessions was planned. However,
after the first session, the patient was lost to follow-up.

Figure 1: Multiple subungual inclusions cysts present under the distal end of
the nail plates of both big toes

Subungual epidermoid inclusion, also known as subungal
onycholemmal cyst, is an uncommon benign tumor of nail unit.
Exact etiology is not known and trauma is supposed to play a key
role, considering their location at distal ends of nail units. Sammam
proposed that trauma could lead to dermal fibroblast proliferation
in the nail bed leading to sequestration of nail bed epithelium into
the dermis with resultant cyst formation.!? Others consider them to
result from vestigial follicular units and thus, the term “follicular
microcysts of the nail bed” has been proposed.

Fanti and Tosti, in their series of eight cases, have described
two main types of subungual epidermoid cysts; bone-located
epidermoid cysts and subungual epidermoid cysts (also known as
subungual epidermoid inclusions). Bone-located epidermoid cysts
are painful and associated with osteolysis. They are best referred
to as epidermoid implantation cysts or intraosseous epidermoid
cysts.>* On the contrary, subungual epidermoid inclusions have no
associated bone involvement. Subungual epidermoid inclusions may
have varied presentation such as clubbing, ridging, onycholysis,
onychauxis, paronychia, subungual hyperkeratosis, pincer nail
deformity and onychodystrophy.'>>¢ Our patient with no bony
involvement and characteristic histology fits in the second category
of subungual epidermoid inclusions although multiple and bilateral
occurrence of lesions has not been described in the literature.

Subungual epidermoid inclusions are characterized by gradually
increasing swelling in the distal phalanx of digits mostly of

Figure 2: Histopathology of the cystic lesion showing bulbous elongation of
rete ridge and a keratin filled cyst (H and E, x400)
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thumb and great toe. Pain is usually a late symptom appearing
with the occurrence of bone compression and may result in
fracture. Histopathologically, subungual epidermoid inclusions
are characterized by bulbous proliferation of rete ridges, a
unilocular cyst lined by thin epidermoid epithelium, filled with
orthokeratin, and hypogranulosis in the cyst wall. The connection
to nail bed epithelium may be disrupted and calcification may be
seen.'>*

Subungual epidermoid inclusions need to be differentiated from
subungual myxoid cysts, a condition developing after traumatic
degeneration of connective tissue that presents with red lunula,
altered curvature and/or variable nail destruction, depending
on their size and relation with nail matrix.”® Other differentials
include glomus tumor, neurofibroma, periungual fibroma and other
space-occupying lesions of nail unit.

Nail biopsy may be both diagnostic and therapeutic if the cyst is
completely excised. However, as there is a possibility of implantation
of cutaneous epithelium during surgery, recurrence may be expected.'?

This case is being reported for its rarity as we were unable to find
any previous report of multiple and bilateral subungual epidermoid
inclusions. Recurrent trauma from kneeling down with the hallux
facing down toward the soil while working barefoot in the fields
might have contributed to the bilateral nature of the lesions.
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