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Acquired Unilateral Naevoid Telangiectasia in a Healthy Boy
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Sir,
Acquired unilateral naevoid telangiectasia (AUNT) is a
rare disease predominantly affecting women in a hyperoestrogenaemic state. In some cases hypersensitivity of
oestrogen and progesterone receptors is postulated. Few
cases have been reported in males, and these are usually associated with liver dysfunction and hyper-oestrogenism.
We observed a young boy with AUNT. No other disease was associated and no oestrogen and progesterone
receptor abnormality was evident in the skin sample.
CASE REPORT
A 10-year-old boy presented erythematous-telangectasic lesions dermatomally distributed on the internal surface of the right thigh, resembling a naevus
flammeus (Fig. 1). The lesions first appeared when
the boy was 7 years old and progressively increased in
size to the entire right thigh surface, causing no other
symptomatology. His medical history was unremark
able. Physical examination revealed no other skin
alteration and no clinical findings were suggestive
for a hyper-oestrogenaemic state. Routine laboratory
studies, liver function tests, antibodies to hepatitis
A, B and C, levels of oestrogen, progesterone, testosterone and dehydroepiandrosterone were within
normal limits. Abdominal ultrasonography was also
normal. The histological evaluation of a lesional skin
sample revealed ectasia of the superficial and medium

Fig. 1. Erythematous-telangectasic lesions on the medial aspect of the right
thigh.
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dermal vessels, without inflammatory infiltrate (Fig. 2).
An immunohistochemistry assay was performed on
paraffin sections using a mouse monoclonal antibody
anti-oestrogen receptor (clone ER 1D5; 1:50; citrate
buffer pH 6.0; Dako Cytomation; Denmark) and a
mouse monoclonal antibody anti-progesterone receptor
(clone PgR 636; 1:50, citrate buffer pH 6.0; Dako) and
developed by a labelled streptoavidin-biotin-kit system
(Dako). Results showed that endothelial cells did not
express either oestrogen or progesterone receptors.
We did not perform any treatment and the patient is
still healthy, after 3 years of follow-up, without any
associated pathological condition, and the skin lesions
are still present and unchanged.
DISCUSSION
The pathogenesis of AUNT is not completely understood. The disease is noted more often in women in a
hyper-oestrogenaemic state (pregnancy, puberty, liver
disease, hormonal therapy) (1). The oestrogens could
stimulate release of endothelium-derived vasodilatory
substances (e.g. nitric oxide) or act directly on the
vascular smooth muscle (2). Some authors suggested
hypersensitivity of the oestrogen and progesterone receptors located on the surface of the endothelial cells
with consequent vasodilatation (1). This hypothesis
is not always confirmed by the literature data and in
some reported cases, the oestrogen and progesterone
receptors analysis showed no difference in the levels of
receptors between involved and uninvolved skin (3).

Fig. 2. Histopathological findings: ectasia of the superficial and medium
dermal vessels (haematoxylin-eosin stain, original magnification ×20).
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AUNT is a rare cutaneous manifestation in males. Most
reported cases are associated with chronic liver disease,
alcoholic cirrhosis, liver metastases, active hepatitis C
and adrenarche with or without a hyper-oestrogenaemic
state. Only one report in 1979 by Jucas et al. (4) describes
a young healthy boy without evidence of increased oestrogen. Our case is similar and we have performed oestrogen
and progesterone receptors analysis, which gave negative
results. In 1997 Taskapan et al. (5) reported AUNT in a
healthy adult man without hyper-oestrogenism and receptor
abnormality and suggested that the hormonal theory cannot
be applied in all cases. Our case in a healthy young boy
confirms this hypothesis and increases the number of cases
of AUNT reported in males without associated disorders.
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