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Linear Atrophoderma of Moulin with Telangiectatic Erythema: An Atypical Presentation
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Linear atrophoderma of Moulin (LAM) is a rare
acquired dermatosis first described by Moulin et
al. in 1992 (1). It typically presents as unilateral,
asymptomatic, mildly atrophic, nonsclerotic hyper-
pigmented patches following Blaschko's lines, pre-
dominantly involving the trunk and extremities, whereas
facial involvement is uncommon (2, 3). Herein, we
report an atypical case involving the left side of the
face and the right lower extremity, characterized by
prominent telangiectatic erythema within the atrophic
lesions. To our knowledge, only 3 patients with
this telangiectatic presentation have previously been
reported (4, 5).

CASE REPORT

An 18-year-old woman presented with a 10-year
history of asymptomatic hyperpigmented patches and
prominent telangiectatic erythema involving the right
lower extremity and the left side of the face. There

were no family history of similar lesions and no
pre-ceding inflammatory phase or subsequent induration
or sclerosis. Physical examination revealed linear,
mildly atrophic hyperpigmented patches with prominent
telangiectatic erythema following Blaschko’s lines on
the left side of the face and the right lower extremity
(Fig. 1A-D). Laboratory investigations, including a
complete blood count, serum chemistry panel and
autoimmune serologic testing, were unremarkable.
Histopathological examination showed epidermal
hyperkeratosis and acanthosis, mild dermal thinning and
numerous dilated capillaries in the papillary dermis,
accompanied by a sparse superficial perivascular
lymphocytic infiltration. Dermal collagen showed no
thickening or hyalinization (Fig. 1E-F). Based on the
clinical presentation and histopathological examination,
a diagnosis of LAM was established. No treatment
was initiated, and the lesions remained stable during 5
months of follow-up.

Fig. 1. Clinical and histopathological features of linear atrophoderma of moulin with prominent telangiectatic erythema. (A, B,
C) Hyperpigmented atrophic patches with prominent telangiectatic erythema on the right lower extremity and (D) the left side of the face, distributed
along Blaschko’s lines. (E) Histopathological examination showing epidermal hyperkeratosis, acanthosis and mild dermal thinning (haematoxylin and
eosin [H&E] staining, x40). (F) Dilated and increased capillaries within the papillary dermis and a sparse perivascular lymphocytic infiltration in the

superficial dermis (H&E staining, x100).
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Table I. Summary of reported cases of linear atrophoderma of Moulin with telangiectatic erythema

Reference Sex Age at onset Location Clinical features Histopathological features Treatment Outcome
(first author) (years)
Miteva L (5) Female 16 Face, right buttock and Unilateral Blaschko-linear Psoriasiform epidermal hyperplasia, NR Stable

right extremities

hypopigmented atrophic lesions  papillary dermal edema, dilated/
with telangiectatic macules

hyalinized vessels, sparse
lymphoplasmacytic infiltrate, focal
collagen hyalinization and reduced
elastic fibres

Utikal (4) Male 23 Trunk, buttocks and Blaschko-linear telangiectatic Normal epidermis with slight dermal Penicillin Partial improvement
extremities erythematous to brownish atrophicedema and sparse perivascular V+shower PUVA
macules and patches; no lymphohistiocytic infiltrate; DIF:
preceding inflammatory lesions negative
Female 2 Left lower extremity  Blaschko-linear erythematous Normal epidermis with slight Self-tanning Homogenization of
and left buttock telangiectatic atrophic macules; dermal edema and minimal cream skin pigmentation
no preceding inflammatory lesions perivascular mononuclear infiltrate;
DIF: negative
Our case Female 8 Left side of the Hyperpigmented atrophic patches Hyperkeratosis, acanthosis, mild No treatment Stable

face and right lower  with prominent telangiectatic
erythema; no induration or

extremity
inflammatory signs

dermal atrophy, dilated and
increased capillaries in the papillary
dermis and sparse superficial
perivascular lymphocytic infiltrate

DIF: Direct immunofluorescence; NR: not reported.

DISCUSSION
LAM typically presents during childhood or
adolescence as unilateral, asymptomatic, hyper-

pigmented atrophic lesions following Blaschko’s lines,
most commonly on the trunk and extremities, whereas
facial and cervical involvement is uncommon (3). In
our patient, lesions involved the left side of the face
and the right lower extremity, representing anatomically
separate sites on opposite sides of the body, and were
accompanied by prominent telangiectatic erythema,
which is atypical for LAM. Including our patient,
only 4 cases of LAM with clinically prominent
telangiectasia have been reported (Table I). Although
histopathological findings are generally nonspecific,
dilation of papillary dermal capillaries may account for
the clinically observed telangiectatic erythema. Utikal
et al. proposed that prominent telangiectatic erythema
within atrophic lesions may represent a distinct variant
of LAM (4). Our case further supports the existence
of this uncommon telangiectatic phenotype. The
aetiology and pathogenesis of LAM are still unclear.
A postzygotic mutation involving a predisposing gene,
followed by loss of the corresponding wild-type allele,
has been proposed, although molecular confirmation
is lacking (6). Another hypothesis pointed out that
LAM was an autoimmune or connective tissue disorder,
forming a disease spectrum alongside atrophoderma
of Pasini and Pierini and linear morphea. However,
the exact underlying mechanism remains to be further
elucidated.

The principal differential diagnoses were atropho-
derma of Pasini and Pierini (APP) and linear
morphea. APP  generally presents as sharply
demarcated, depressed pigmented patches and does
not characteristically follow Blaschko’s lines. Its
histopathological findings are subtle and may include
dermal thinning and mild collagen alterations (7).
Linear morphea may also follow Blaschko’s lines
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but more commonly progresses from an inflammatory
phase to induration and sclerosis, with thickened,
homogenized collagen bundles and entrapment or
loss of adnexal structures (8). In our patient, the
absence of preceding inflammation or subsequent
induration and sclerosis, together with the lack of
collagen homogenization or adnexal alteration, favoured
LAM. Other Blaschko-linear pigmentary disorders
and telangiectatic dermatoses, including focal dermal
hypoplasia, angioma serpiginosum, unilateral nevoid
telangiectasia and cutis marmorata telangiectatica
congenita, were considered less likely because of
their congenital or early onset, distinct morphology or
associated extracutaneous abnormalities.

Currently, no standard therapeutic regimen exists
for LAM. Previous therapeutic attempts, including
ultraviolet therapy, topical corticosteroids, high-dose
penicillin and heparin, have generally proven ineffective
(9). Observation is reasonable for stable, asymptomatic
lesions when treatment for cosmetic concerns is not
requested.
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