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M) Case Letter

Linear eccrine angiomatous hamartoma

Dear Editor,

A 7-year-old boy presented with unilateral, multiple raised
lesions over the left lower leg of 4-years duration. On
examination, there were multiple, discrete, brown-black, firm,
well-defined plaques ranging from 1.5 to 2cm in diameter,
arranged in a linear pattern starting from the anterolateral
aspect of the thigh down to the ankle, with some of the lesions
showing hemorrhagic crusts and hypertrichosis [Figures la
and 1b]. On the calf, one lesion had a nodular and tender
subcutaneous component better felt than seen. There was no
complaint of hyperhidrosis. Dermoscopy revealed multiple
yellow nodules, dotted vessels, and red lacunae [Figure 2].
Histopathology showed mild hyperkeratosis with dilated
cavernous vessels in the papillary dermis extending into the
upper dermis. Mature hair follicles were seen in the subcutis
while eccrine sweat glands were grouped near the follicle
and scattered in the dermis [Figures 3a, 3b and 3c]. Hence,
a diagnosis of linear eccrine angiomatous hamartoma was
made. The parents were counseled regarding the possibility
of spontaneous resolution as the child was uncooperative for
minor surgical procedure.

Figure 1a: Linear plaques over left leg

Eccrine angiomatous hamartoma (EAH) is an uncommon,
benign condition characterized by the proliferation of eccrine
glands and capillary channels. The condition was first
described by Lotzbeck in 1859" and the term was coined by
Hyman et al in 1968. Although the etiology is unclear, it is
thought to be caused by defective biochemical interactions
between the epithelium and the mesenchyme.

It usually presents at birth or during childhood as a solitary
skin-colored, reddish, violaceous, or blue-brown nodule or
plaque and less commonly as a macule or patch. Common
sites of involvement include the limbs, particularly the palms,
and soles, followed by the trunk, head, and neck. Rarely, a
callus-like presentations has been reported.? The lesions grow
in proportion to the growth of the individual. A few cases
with onset in adulthood have been reported, and they are
proposed to be linked with recurrent trauma. While lesions
can be asymptomatic, pain and hyperhidrosis are present in
42% and 32% of patients. Additionally, hypertrichosis and
local rise in temperature are found in some cases. Some
authors believe that symptoms can worsen in puberty and
pregnancy attributable to hormonal influences.

Figure 1b: Plaques showing skin-colored and angiomatous papules with
hypertrichosis
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Figure 2: Dermoscopy (polarized mode)-shows multiple yellow globules,
dotted vessels, red and purple lacunae. Hypertrichosis can be seen
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Figure 3b: Collection of eccrine glands in the dermis (H&E, x200)

Dermoscopy shows the popcorn nodular pattern over a
background of erythema and linear and arborizing blood
vessels,’ somewhat like our observation. On histopathology,
we saw cavernous and dilated vessels in the dermis, increased
eccrine sweat glands, and mature hair follicles. Other
components described are lymphatic vessels in the deep
dermis with fat, mucin, apocrine or neural components. Pain
is due to small nerves penetrating the lesion.

Of around 100 documented cases, there are several reports
of multiple lesions and segmental distribution, but we found
only three reports of linear eccrine angiomatous hamartoma.
One had linear lesions in the inguinal fold* while another
had linearly arranged macules from the tip of the middle
finger to the palm.’ Patterson et al reported a case with linear
erythematous plaques on the posterior aspect of the leg.® The

Figure 3a: Cavernous vessels in the papillary dermis, eccrine glands, and
mature hair follicles in the dermis (H&E, x40)
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Figure 3c: Cavernous vessels in the papillary dermis (H&E, x400)

condition has also been described to co-exist with verrucous
epidermal nevus and nevus sebaceous as part of linear
ectodermal cutaneous hamartoma in a single patient.’

Differential diagnosis includes eccrine nevus, eccrine
poroma, glomus tumor, tufted angioma, smooth muscle
hamartoma, and blue rubber bleb nevus. Definitive treatment
is surgical resection. Other modalities for symptomatic
patients include pulsed dye laser, Nd: YAG laser, and
sclerotherapy. Botulinum toxin injection can be given if
there is hyperhidrosis. Spontaneous regression has also been
observed.
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