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Linear orofacial lichen sclerosus
Sir,
Lichen sclerosus is a chronic mucocutaneous inflammatory disorder 
that preferentially affects female genitalia. It is characterized 
clinically by atrophic papules or plaques, occurring most commonly 
in the anogenital area. Oral lesions of lichen sclerosus are rare and 
appear as demarcated, whitish, smooth plaques similar to those 
affecting genitalia.

A 22‑year‑old Chinese male presented with a 3‑months history of a 
smooth band‑like depigmented midline orofacial plaque. Originally, 
the lesion had appeared just on the left nostril and slowly progressed 
downward in a linear pattern to involve the upper labial and gingival 
mucosa. The lesion was completely asymptomatic and he had not 
received any treatment. He denied history of alcoholism, smoking, 
trauma, and familial occurrence of similar disease. There was no 
evidence of genital or skin lesion.

Figure 1a: Depigmented macule originates in the left nostril and upper lip Figure 1b: Whitish patches extend over the labial mucosa, gingival, and end 
at the left upper incisor with mild erosion

Cutaneous examination revealed a smooth, depigmented, shiny, 
well‑defined plaque without atrophy beneath the left side of the 
nose in a linear pattern [Figure 1a]. The lesion originated in the left 
nostril, extended over the vermillion border, labial mucosa and the 
gingival margin, and ended at the left upper incisor [Figure 1b]. The 
lesion involved the labial mucosa and appeared as reddish areas 
with mild erosion. The teeth present in the involved region did not 
show any mobility. Oral hygiene was good.

According to the clinical features, lichen sclerosus, lichen planus, 
and vitiligo were considered. A  biopsy from the labial mucosa 
revealed atrophic epithelium, focal parakeratosis, basal cell 
vacuolization, and upper dermal edema and hyalinization of dermal 
collagen along with band‑like lymphocytic infiltration  [Figure  2]. 
Direct immunofluorescence test was negative. Laboratory 
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examination including routine blood test, serum anti‑nuclear 
antibodies, rheumatoid factor, and serum complements were within 
normal range. These findings were consistent with the diagnosis of 
linear orofacial lichen sclerosus. Unfortunately, the patient refused 
any treatment and was lost to follow‑up.

Lichen sclerosus is an uncommon mucocutaneous disease 
preferentially affecting the anogenital areas of females, rarely 
involving the oral mucosa.1 Kaur et al. and Walsh et al., respectively, 
reported a case of linear orofacial lichen sclerosus  in 2002 and 
2008.2,3 All these cases along with our present case of orofacial 
lichen sclerosus  showed a similar course with the first lesion 
originating in or beneath the nose and slowly progressing downward 
in a linear form to involve the upper lip, labial, and gingival mucosa. 
We were unable to find any previous reports of linear orofacial 
lichen sclerosus  in China.

According to literature reports, the lip, labial mucosa and buccal 
mucosa are the most common intraoral sites affected.4‑6 Differentiation 
between morphea/scleroderma and lichen sclerosus. presents a clinical 
challenge because both conditions may present as white, sclerotic and 
indurated plaques. However, the pathological changes in morphoea/
scleroderma occur especially in the deep dermis, in contrast to the 
superficial dermis in lichen sclerosus. Elastic fibers are normal in 
morphea/scleroderma but are scanty or lost in lichen sclerosus; 
moreover, collagen synthesis increases in morphea/scleroderma 
while reducing in lichen sclerosus. So, the case is lichen sclerosus 
rather than morphea/scleroderma or the overlapping entities. The 
microscopic features of oral lichen sclerosus can be used to distinguish 
oral lichen sclerosus from oral lichen planus, oral submucous fibrosis, 
oral scleroderma, and oral mucosal vitiligo.

Since the majority of the patients are asymptomatic, treatment 
of oral lichen sclerosus is unnecessary. Topical corticosteroid 
and calcineurin inhibitors  (tacrolimus and pimecrolimus) may be 
considered as preferred treatments when patients have requirements.7

In conclusion, oral lichen sclerosus is a rare manifestation of a 
mucocutaneous disorder with a predilection for oral mucosa. 

Figure 2a: Atrophic epithelium, focal parakeratosis, basal cell vacuolization, 
and upper dermal edema and hyalinization of dermal collagen along with 
band‑like lymphocytic infiltration (H and E, ×100)

Figure 2b: Scarce elastic fibers in the hyalinized area (Verhoff’s stain, ×100)

Notwithstanding that lesions may be asymptomatic, malignant 
transformation in oral lichen sclerosus has not been reported. 
Long‑term follow‑up is necessary. Treatment of patients with oral 
lichen sclerosus should be decided on an individual basis.
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Penile Mycobacterium avium complex spindle cell 
pseudotumor
Sir,
A 50‑year‑old man with a 3‑years history of late‑onset 
combined immunodeficiency, associated with persistent 
hypogammaglobulinemia, total lymphopenia with anergy of T4 
cell response, and insufficient generation of interferon presented 
with lesions on the genital area. The patient denied local symptoms 
such as pain or dysuria, or relevant systemic symptoms such as 
fever or asthenia. He had only slight pruritus around the lesions. He 
was previously treated with oral fluconazole for suspected genital 
mucosal candidiasis without any improvement.

His past medical history also included a generalized Mycobacterium 
avium complex infection, transfusion‑related hyperferritinemia, 
type‑2 diabetes, and mixed polyneuropathy. His medications 
included azithromycin, rifabutin, trimethoprim/sulfamethoxazole, 
valsartan, hydrochlorothiazide, metformin, omeprazole, and 
vitamin‑B complex. He denied taking any over‑the‑counter 
medications or any new drug. The patient was nonalcoholic and a 
nonsmoker.

Cutaneous examination revealed several yellowish firm papules 
located on the shaft of the penis and also on the free edge of 
the foreskin. A  1  ×  1 cm‑indurated ulcer with mamelonated 
borders and a fibrinous base was present on the uppermost 
foreskin  [Figure  1]. There was neither lymphadenopathy nor 
lymphangitis.

An incisional biopsy from the edge of the ulcer was performed 
for histological and microbiological study. Under microscopic 
examination, orthokeratotic epidermal acanthosis was observed 
over a diffuse spindle cell proliferation, occupying the whole 
dermis, without destruction of the preexisting appendages. This 
proliferation was composed of spindle cells with oval vesicular 
nuclei, while others were more hyperchromatic and wavy. 
They were grouped in small fascicles, haphazardly arranged, 
in a storiform pattern, with a diffuse extension. No mitotic 
figures or gross pleomorphism were observed. There were 
scattered inflammatory cells composed of lymphocytes and 
neutrophils  [Figure  2]. The main spindle cells showed CD31, 

Figure 1a: There are several (5–6) 0.5‑cm yellowish papules on the whole 
surface of the foreskin, stony to touch, and detached from the deep tissues

Figure 1b: A round 1 cm ulcer with granulomatous borders on the uppermost 
foreskin is observed adjacent to the aforementioned papules
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