These kinds of mutations have been described for different
colon, liver, prostate, ovarian and endometrial neoplasms
[7], but not yet in BCC. R
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Acquired bilateral nevoid telangiectasia:
report of 9 cases

Unilateral nevoid telangiectasia (UNT), a superficial telan-
giectasia usually of the upper body, shows a unilateral
dermatomal distribution, typically in the C3 to T3 der-
matomes. The exact cause is unknown, but it is speculated
to be associated with hyperestrogenic states, owing to the
high prevalence of puberty, pregnancy and liver diseases in
affected patients [1-5], together with an increase of estrogen

receptors in a dermatomal distribution [2, 6]. The correla-
tion between estrogen and UNT is questioned due to lack of
serum evidence in non-pregnant patients. Approximately a
hundred cases have been described to date but only two with
its peculiar variant, bilateral nevoid telangiectasia (BNT)
[7, 8]. BNT is analogous to UNT in that, although bilateral
in its presentation, it follows the characteristic dermatomal
distribution of the typically ‘spider’ telangiectasias. Our
knowledge of this particular bilateral variant is limited. We
report nine patients with BNT to shed further light on this
atypical variant of UNT.

Prior to the diagnosis of BNT, hereditary hemorrhagic
telangiectasia and generalized essential telangiectasia were
ruled out via evidence including negative family history
or history of spontaneous epistaxis and differences in mor-
phology and distribution [9, 10]. Histopathology in all cases
revealed numerous thin-walled dilated vessels in the super-
ficial dermis with a normal epidermis, and toluidine blue
staining confirmed the lack of mast cells, making telan-
giectasia macularis eruptiva perstans improbable. Table 1
demonstrates the general characteristics of our patients and
the two previously reported cases.

Of the nine patients, six were men and three were women
(male:female ratio, 2:1). Mean age was 47.9 years (range
30-60) and all the patients had a disease onset after the age
of 18 years (mean age of onset, 42).

Telangiectatic lesions in all nine patients showed sym-
metrical distribution, both covering and sparing the same
dermatomes on each side of the body. The lesions, pre-
dominantly ‘spider’ in morphology, showed symmetrical
involvement of the arms in all nine patients. Only patients 6
and 9 presented with lesions also involving the upper trunk,
showing a ‘checkerboard’ pattern. Lesions were observed
to coalesce in the midline when involving the neck, while
interrupted at the midline when involving the trunk.
Whilst the otherwise unexplained gastrointestinal (GI)
involvement was emphasized in both previously reported
cases [7, 8], only one of two patients showing GI
involvement (gastric telangiectasia) had no underlying
pathologic condition (patient 2). Esophagogastroduo-
denoscopy (EGD) was not routinely recommended at the
time of presentation and patients 2 and 9 had inciden-
tally performed the procedure due to epigastric discomfort
and pre-diagnosed cholangiocarcinoma with intrahepatic
metastasis, respectively. Previous annual EGD check-ups
in patients 1, 4, 5, and 7 revealed no abnormal findings.
This shows that GI involvement without underlying liver
dysfunction may not be a principle trait of BNT. Although
serum hormone levels were not specifically checked in our
patients, the preceding discordance between the two pre-
viously reported cases continues to exist; only patients 6
and 9 had liver conditions that may possibly induce a hyper-
estrogenic state.

Another remarkable observation is the difference in the
extent of cutaneous involvement in association with hos-
tile liver conditions. Telangiectasias on patients 6 and 9,
who had underlying chronic C-viral hepatitis and intra-
hepatic metastasis of cholangiocarcinoma, respectively,
were more extensive, involving a greater number of der-
matomes. While only the upper extremities were involved
in the other seven patients, the two patients with liver dys-
functions had lesions that also involved the upper trunk.
Whether this supports the previous theory of estrogen
influence or is the consequence of various degrees of possi-
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Table 1. Patient characteristics, underlying co-morbidities, and laboratory tests at the time of presentation. Hormone levels were

not checked in the above nine patients.

Patient No. Gender  Age Underlying Underlying/ Laboratory and Dermatomal Type of
physiologic Concurrent endoscopy distribution telangiectasia
condition pathologic findings

condition
1 F 52 X Hypertension Normal Bilateral C5-6 Spider
Behcet’s disease
2 M 54 X X EGD - gastric Bilateral C5-6 Spider
telangiecta-
sia/bleeding

3 I 35 X X Normal Bilateral C6-7 Spider

4 M 51 X X Normal Bilateral C4-6 Spider

5 E 46 X X Normal Bilateral C6-8 Spider

6 M 40 X Chronic hepatitis Elevated OT/PT bilateral C7-8 Spider

C (26/61) upper chest
elevated (T2-3)
gamma-GT (72)
M 60 X Hypertension Normal Bilateral C5-6 Spider
M 30 X Normal Bilateral C5-6 Spider
M 54 X Cholangiocarcinoma Lab not Bilateral C3-T12 Spider
(intrahepatic and performed
lung metastasis) EGD - gastric
erosion with
telangiectasia

1 (Tang et. al) & 33 Pregnancy X Elevated Bilateral C3-T3 Spider
state E2/progesterone
TUP 23 wks (1835, 1240)

EGD - gastric
telangiecta-
sia/bleeding

I(Turanet.al) M 27 X X EGD - duodenal Bilateral C2 & Spider/wiry

telangiectasia T3

bly concurrent portal hypertension is not known, but it may
indicate a closer examination of liver function in patients
who present with such involvement of the dermatomes.
Despite similarities in morphology and distribution, dis-
similarities exist between reported UNT patients and our
BNT patients. Unlike in UNT, the majority of our patients
were male. Furthermore, none was going through puberty
or pregnant. Only two cases showed underlying liver con-
ditions which may alter serum estrogen levels. Even more
interesting, two patients (N° 1 and 5)were approximately
one year post-menopause.

This rarely reported disease may not actually be a rare con-
dition but only under-diagnosed or under-reported. With our
nine cases, however, we offer a stepping stone to a better
understanding of this enigmatic disease. l
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