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I Abstract

Hobnail hemangiomais a rare, benign, vascular lesion with peculiar but commonly misleading morphology, located mostly
on the extremities or trunk, and affects young and middle-aged adults with a slightly male predominance. A new typical
case in a 17-year-old girl is presented. A single, small, painless skin lesion appeared in an early childhood on the lateral part
of the right thigh, and was linked with scratching a previous pigmented lesion. Microscopic examination of the completely
removed lesion revealed typical morphology. Prominent endothelial cells were podoplanin-negative and CD34-positive.

There was no recurrence after four years follow-up.
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INTRODUCTION

Hobnail hemangioma (HH) is a rare, benign, vascular
lesion with peculiar morphology. It was first described
in 1988 by Santa Cruz and Aronberg [1] as a targetoid
hemosiderotic hemangioma because of its characteristic
‘targetoid’ appearance, with a violaceus papule surrounded
by an ecchymotic or brown ring that can expand and
then disappear. However, in later descriptions, other
morphological features were also presented [2]. HH affects
mainly young and middle-aged adults with a slightly male
predominance [3]. The most common localization is the skin
of the extremities and trunk, but unusual sites like the oral
and nasal mucosa have been also reported [4, 5]. Trauma of
the normal skin or pre-existing hemangioma is regarded as
a predisposing factor, but sex hormones may also influence
the morphology, resulting in the cyclic changes of diameter
and peripheral colour [6]. It is suggested that HHs may result
in connections and microshunts between lymphatic and
adjacent blood vessels in the skin [7].

A new typical case of skin hobnail hemangioma in a juvenile
patient is presented.

CASE REPORT

A 17-year-old female was admitted to the outpatient clinic
with a single painless lesion, a 0.4 cm in diameter, ill-defined,
brownish macula, located on the lateral part of the right
thigh. The patient noticed slight enlargement of the lesion and
change in colour from pale to almost dark black; however,
none of these features depended on her menstrual cycle
or others external factors. Bleeding or ulceration was not
observed. The lesion had appeared in an early childhood,
and was linked with scratching a pigmented lesion at the
same locality.

Clinically, a provisional diagnosis of melanocytic nevus
was made. The lesion was removed with wide margins.
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Microscopic examination revealed few irregular, dilated,
thin-walled vascular channels located mostly in the
papillary dermis [Fig. 1A] and lined with prominent hobnail,
endothelial cells [Fig. 1B]. Endothelium was podoplanin

Figure 1.Irregular, dilated, thin-walled vascular channels located in the papillary
dermis (A), lined with prominent endothelial cells (B) in hobnail hemangioma of
the skin (H+E. Objective magnification A - 5x; B — 20x).
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Figure 2. Negative immunoreaction with podoplanin (D2-40) (A) and positive

with CD34 (B) in endothelial cells of hobnail hemangioma (Dako, EnVision+/HRP.
Objective magnification A, B - 20x)

(D2-40) negative [Fig. 2A], but CD34-positive [Fig. 2B]. Some
scattered hemosiderin deposits were seen in the stroma. The
resection margins were intact. Based on morphology of the
lesion, hobnail hemangioma was diagnosed. There was no
recurrence after four years follow-up.

DISCUSSION

Despite the first descriptions, hobnail hemangioma presents
diversity in gross appearance and may cause many difficulties
with making diagnosis. It usually occurs as a single solid
lesion fluctuates with colour (blue-purple, yellow to green,
violet, red, dark brown) and size (2-15 mm) [8]. Congenital
and multiple HHs are uncommon [9]. In most cases,
including the current one, it was completely asymptomatic,
but sporadically painful lesions have been reported [8].
Unlike the presented patients changes in diameter and colour
dependent on a menstrual cycle and pregnancy have been
noted in a few cases, but estrogen, progesterone and androgen
receptors were not revealed [10].

Histologically, HHs are characterized by a biphasic growth
pattern of dilated vascular structures in the papillary dermis
and narrow vascular spaces in the deeper part of the skin,
and dissecting collagen fibres [4]. Vessels are lined by plump,

exophytic endothelial cells showing a hobnail appearance.
In some cases, the endothelial cells are hobnail-like in
the superficial part of the lesion, but in the deeper part
they are flat and inconspicuous [5]. Hemosiderin deposits,
extravasated erythrocytes and mononuclear inflammatory
infiltrate are also observed [3, 5, 11]. Due to their gross and
microscopic features,

HHs have to be differentiated from variety of pathological
lesions including other vascular tumors and malformations,
especially cherry angioma, angiokeratoma, haemangioma in
pregnancy, low grade angiosarcoma and Kaposi sarcoma,
as well as melanocytic naevi, melanoma, dermatofibroma,
seborrhoeic keratosis, and pigmented basal cell carcinoma.
Some non-neoplastic lesions, e.g. insect bite reaction and
endometriosis have also to be taken into consideration [7, 12].
Careful clinical investigation together with dermoscopy and
microscopic examination result in a correct final diagnosis
[12]. Based on the above-mentioned data, the presented case
is typical, and its appearance and development seems to be
closely linked with mild local trauma.

The histogenesis of HH remains unclear. Based on
immunohistochemical reaction with endothelial cells
markers, some authors suggest a lymphatic origin of HH [2]
and propose the term ‘superficial lymphatic malformation’ [3]
or ‘superficial hemosyderotic lymphovascular malformation’
[8] as more appropriate for this entity. Unlike the present
study, in many reports HHs were positive for both lymphatic
(D2-40), and vascular (CD34) endothelial cell markers that
may indicate biphasic nature of the lesions [5, 11]. A neoplastic
nature of HH is also doubtful. Trinidade et al. [3] regarded
HH as a kind of lymphatic malformation rather than true
neoplasm on the basis of negative immunohistochemical
reaction with WT1.

CONCLUSIONS

1. The exact origin of hobnail hemangioma is still elusive
and its morphological and clinical features might be
misleading. Previous reports may suggest a biphasic
character of this lesion, carrying both lymphatic and
vascular features.

2. The presented entity required exact analysis and careful
differential diagnosis.
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