CASE REPORT

Nevus Comedonicus: A Rare Skin Leison
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ABSTRACT

We present a case of 26 yr old male having blackish pigmented lesion with multiple sinus
discharge over left side of abdomen, the lesion consisted of multiple, comedo like openings with
dark keratin plugs dispersed over hypopigmented area . It was diagnosed as a nevus comedonicus
on clinical and histopathlogical grounds. We managed him with excision of the lesion and covered
with split thickness skin graft. Patient recovered completely and healthy with regular follow up

from last one month.
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Introduction

Nevus comedonicus (NC) is a benign
hamartoma of the pilosebaceous unit and is
considered a rare subtype of epidermal nevus
1. Nevus comedonicus (NC) or comedo nevus
refers to closely arranged, grouped, often
linear, slightly elevated papules that have at
their center keratin plugs resembling
comedones. It can be present at birth, but may
occur at any time, up through middle age 2.
The commonest site is the face, followed by
the neck, trunk and upper arm7.This disease
was first described in 1895 by Kofmann who
suggested the term” Comedo Nevus™ 3 .The
incidence of NC is estimated at 1/45,000 ,
with no sex-related differences 4. When NC is
associated with cataracts, skeletal defects, or
central nervous system abnormalities, it is
called Nevus Comedonicus Syndrome (NCS)
5. A diagnosis of Nevus Comedonicus may be
made using a clinical examination,
dermoscopy (examination of the skin using
magnifying lens), and a tissue biopsy 6.

The case has been presented for its sheer
rarity in Pakistan.
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Case Report

We report a case of nevus comidonicus in 26
year male patient over abdomen. There was a
black pigmented lesion appeared on left side
of abdomen when the patient was 10 yr old
since then it has increased in parallel to body
growth. It was closely arranged, dilated
follicular openings with keratinous plugs
resembling classic comedones (Figure 1).

Figure 1.
leison left side of abdomen, showing multiple
group of pilosebaceous gland with keratin

plug.
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Figure?2.
Intraoperative picture showing split thickness
skin grafting done after excision of leison.

Figure 3.
post operative wound showing graft take, on
followup after 2 weeks.

There was history of multiple sinus discharge
from last two years .He had taken oral and
topical antibiotic creams applied multiple
times but couldn't get relief. He had also taken
anine month course of anti tuberculous drugs
advised by some local doctor. There was no
associated skeletal and neurological
abnormality. He denies any history of trauma
or irritation. He was non smoker with
negative family history.

Examination revealed multiple groups of
dilated pilosebaceous orifices filled with
black keratin plugs arranged linearly along
the left side of umbilical area over abdomen.
These plugs couldn't be extracted manually.
Initially it was asymptomatic, but later on
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there were multiple comedones, closely
arranged sinus with minimal discharge were
present. Face , head and neck region,
extremities, including hands, feet and nails,
as well as mucous membranes were spared.
Family history and routine laboratory studies
were unremarkable. Histopathlogical finding
were suggestive of nevus comedonicus
(Figure4).

Figure 4.

Histological section revealed, Invaginated
pappillary projections filled with laminated
keratin plugs.

Discussion

Naevus comedonicus is a rare hamartoma of
the pilosebaceous unit.8 Study of Levenson
JL suggest that NEK9 mutations in NC
disrupt normal follicular differentiation and
identify NEK9 as a potential regulator of
follicular homeostasis10. NC is classified
into two main types based on its clinical
characteristics 3. The first type is non-
pyogenic NC with acne like characteristics.
The second type is NC with cysts, papules,
pustules, or abscesses that undergo
morphological changesll. In our patient,
there were two groups of comedo like pores
arranged linearly with intervening normal
skin. The intervening epidermis may appear
normal, hyperkeratotic, or slightly hypo- or
hyperpigmented. In the inflammatory variant,
there will be suppurative cysts and acne like
lesions 9,8 .
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Nevus comedonicus syndrome is the
association of nevus comedonicus with non-
cutaneous findings such as skeletal defects,
cerebral abnormalities, and cataracts 8.
Detailed examination of our patient did not
reveal any other abnormalities.

Treatment of comedo naevus includes
surgical excision with tissue expansion which
1s more effective in the long term than
superficial shaving or dermabrasion. Topical
retinoic acid and 12% ammonium lactate may
beused.

NC poses a great challenge to clinicians, and
the only effective treatment method is
surgery. It is important for those with NC to
maintain good hygiene, and antibiotics can
also be used as a conservative method of
treatment. As a localized treatment, retinoic
acid can be used to induce the expansion and
differentiation of keratinocytes, which would
be effective for the elution of nevus.

In addition, ammonium lactate lotion softens
the epidermis, thereby promoting the
excretion of nevus. Other available
treatments include the mechanical removal of
nevus, dermabrasion or laser therapy.
However, these methods cannot prevent
recurrence of the lesion and surgical removal
is the treatment of choice for NC. Cases with
larger affected areas require staged excision
or skin grafting. In some cases, reconstruction
using a tissue expander would be helpful11.

In conclusion, we are presenting a case of
linear nevus comedonicus on abdomen. This
rare case has been presented for its classical
presentation and rarity in Pakistan.
Previously a case of epidermal nevus
syndrome has been reported in Pak peads
journall2.
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