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INTRODUCTION

Nevus comedonicus (NC) is a type of epidermal nevus 
first described by Kofmann in 1895 [1]. Clinically, 
it is characterized by linear lesions composed of 
numerous dilated follicular openings with keratinous 
plugs resembling classical comedones, seen mainly on 
the head and neck, followed by the trunk and upper 
arm. NC associated with HS-like lesions is rare [2]. An 
isolated involvement of a lower limb, as in our case, has 
not been reported so far.

CASE REPORT

A fifteen-year-old Syrian female, born of a 
nonconsanguineous marriage, was referred to our 
hospital with comedo-like lesions distributed over 
the lower left limb extending from the lateral 
aspect of the left buttock up to the end of the left 
leg along the Blaschko’s lines present since birth, 
which gradually increased in size and number 
(Figs. 1a – 1d). After puberty, the patient began to 

develop recurrent and intolerable painful nodules, 
abscesses, intercommunicating sinus tracts, and 
hypertrophic scars involving the buttocks, groin, and 
popliteal fold. These lesions relapsed or aggravated 
during hot weather. There was no family history of 
similar complaints. A physical examination revealed 
groups of dilated follicular openings filled with keratin 
distributed over the lower left limb with multiple 
nodulocystic swellings 2–4 cm in diameter with scarring 
and fibrous tracts scattered in between. General and 
systemic examinations were within normal limits, 
and there was no history suggestive of skeletal, ocular, 
or other systemic involvement. Routine laboratory 
investigations, including complete blood count, blood 
chemistry, and urinalysis were within normal limits. 
An examination of the lesions with a magnifying glass 
revealed groups of dilated follicular openings filled with 
keratin (Fig. 2). Because the patient refused a biopsy, the 
diagnosis was reached based on clinical manifestations 
as congenital nevus comedonicus (NC). The HS-like 
lesions involving the intertriginous areas were taken 
as being secondary to the NC. The patient was started 
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on oral isotretinoin at a dose of 1 mg/kg/day and 
intralesional injections of triamcinolone with systemic 
antibiotics (clavulanic acid with amoxicillin) for ten 
days. The abscesses were incised and the pus drained. 
After six months of treatment with isotretinoin, there 
was a significant improvement in pus discharge and 
no new lesions developed; in addition, no severe side-
effects of the treatment with isotretinoin were observed 
(Figs. 3 and 4).

DISCUSSION

NC is an uncommon skin abnormality caused by a 
defect in the development of hair follicles composed 
of keratin-filled pits. These lesions usually develop at 
birth or before the age of ten years, but may occur at 
any time from birth to middle age [3]. Clinically, NC 
is may be classified as either of two types: type one 
involves overwhelming numbers of comedones, while 

type two involves inflammatory changes with late 
sequelae such as scars, fistulae, and the formation of 
follicular cysts [4]. Our case was classified as type two. 
NC may be linear, interrupted, unilateral, bilateral, 
along the lines of Blaschko, or segmental. The lesions 
are most commonly located on the face, neck, upper 
arms, chest, and abdomen [5], and occasionally involve 
the palms and soles, scalp, female genitalia, and glans 
penis. The development of HS-like lesions in localized 
childhood NC is rare. HS is characterized by painful, 
inflamed nodules, abscesses, intercommunicating 
sinus tracts, and hypertrophic scarring in apocrine 
gland-bearing areas, most commonly the axillae 
and the inguinal and anogenital regions. Follicular 
plugging occurs congenitally and may be triggered 
by mechanical stress and hormonal changes, as in 
puberty [6].

The possible treatment of NC includes excision, 
dermabrasion, cryotherapy, coagulation, the extraction 

Figure 2: Magnifi cation of the nevus revealing groups of dilated 
follicular openings fi lled with keratin. 

Figure 1: (a) Multiple comedo-like lesions and large atrophic pits, resulting in a classic sieve-like appearance present on the lateral aspect of 
the thigh and leg along the Blaschko’s lines (note the multiple nodules, intercommunicating sinus tracts, and hypertrophic scars). (b) Nevus 
comedonicus on the left buttock with scars. (c) Nevus comedonicus with nodules, and intercommunicating sinus tracts in the popliteal fold (note 
the multiple hypertrophic cicatricial contractures). (d) Nevus comedonicus extending onto the left leg and foot.

a b c d

Figure 3: (a and b) The improvement of the cystic lesions after six 
months of treatment with oral isotretinoin.
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of the comedones, and the use of topical agents such as 
retinoic acid, urea, tretinoin, ammonium lactate lotion, 
tacalcitol, tazarotene, and calcipotriene [7,8]. The 
therapeutic options for patients with NC complicated 
by HS include systemic antibiotics, intralesional 
corticosteroid injections, and oral isotretinoin.

Our patient was treated in all these therapeutic ways 
and, unexpectedly, showed a significant improvement 
of the inflammatory lesions and scars. However, there 
are several reports of NC in which isotretinoin was only 
minimally effective [9,10].

    CONCLUSION

We present a case of congenital nevus comedonicus 
(NC) in a young Syrian female distributed along 
the Blaschko’s lines only on the left lower limb and 
complicated by multiple hidradenitis suppurativa 
(HS)-like lesions. In contrast to previous reports, 
our case of NC is exceptional because of an isolated 
involvement of a lower limb and a rare association 
with HS-like lesions, which responded greatly to oral 
isotretinoin.

Consent

The examination of the patient was conducted according to the 
principles of the Declaration of Helsinki.

The authors certify that they have obtained all appropriate patient 
consent forms, in which the patients gave their consent for images 
and other clinical information to be included in the journal. The 
patients understand that their names and initials will not be 
published and due effort will be made to conceal their identity, 
but that anonymity cannot be guaranteed.
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Figure 4: (a and b) The improvement of the cystic lesions after six 
months of treatment with oral isotretinoin.
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