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Patient Report

Eccrine Angiomatous Hamartoma Occurring on the Nail Bed
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ABSTRACT

A 7l-year-old woman was referred to our clinic with a
2-month history of pain and exudate from her right first
toe. Physical examination revealed a subungual nodule
that elevated the nail plate and produced distal ony-
cholysis. We performed onychectomy and removed the
nodule. A histopathological specimen from the nodule
showed hyperkeratosis and acanthosis in the epidermis,
papillomatosis and dilated vessels in the superficial
dermis, and aggregation of eccrine glands in the mid-
dermis. Based on these findings, a diagnosis of eccrine
angiomatous hamartoma (EAH) was made. EAH
is a rare cutaneous hamartoma that is histologically
characterized by proliferation of eccrine glands and
vascular components. To our knowledge, EAH occur-
ring in the subungual region has not been reported. The
pathogenesis of acquired EAH has not been completely
elucidated, but several cases have been reported to be
caused by external stimuli. Although the subungual area
generally has no sweat glands, our case suggests that a
traumatic stimulus can induce EAH anywhere including
regions where sweat glands are normally not found.
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Eccrine angiomatous hamartoma (EAH) is a rare
benign hamartoma that is histologically characterized
by proliferation of eccrine glands and vascular com-
ponents. EAH usually occurs on the extremities, and
EAH occurring in the subungual region has not been
reported. Here, to our knowledge, we present the first
case of EAH occurring on the nail bed and discuss its
underlying pathogenic mechanisms.

PATIENT REPORT

A 7l-year-old woman was referred to our clinic with
a 2-month history of pain and exudate from her right
first toe. Physical examination revealed a subungual
nodule that elevated the nail plate and produced distal
onycholysis (Fig. 1a). Differential diagnoses included
subungual exostosis, subungual fibrokeratoma and glo-
mus tumor. Since an X-ray examination showed that the
bone fragment was separated from the distal phalanx of
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the thumb, we excluded the possibility of exostosis (Fig.
1b). We performed onychectomy, and intraoperative
findings showed a skin-colored nodule and central cleft.
In addition, there was a piece of isolated bone in the
central cleft (Fig. 1c). We removed the isolated bone and
the nodule. A histopathological specimen from the nod-
ule showed hyperkeratosis and acanthosis in the epider-
mis, papillomatosis and dilated vessels in the superficial
dermis, and aggregation of eccrine glands in the mid-
dermis (Figs. 1d and e). Immunohistochemistry revealed
that the dilated vessels were positive for CD31 and
negative for D2-40 (Fig. 1f). Alcian-blue staining for
mucin was strongly positive around the eccrine glands
(data not shown). Based on these findings, a diagnosis of
EAH was made. The patient’s symptoms were greatly
improved after removal of the bone fragment.

DISCUSSION

EAH was first described by Lotzbeck in 1859 and
the term was first coined by Heyman et al. in 1968.
Approximately 200 cases of “EAH” have been re-
ported since 1968. Among 99 patients with available
information, 43 patients (43.4%) were male and 56
patients (56.6%) were female. Fifty-six cases (56.6%)
developed before the age of 12 months. The lesions were
commonly located on lower extremities (44 patients,
44.4%), upper extremities (38 patients, 38.4%), trunk
(20 patients, 20.2%), and head and neck area (8 patients,
8.1%). Therefore, our case was the first case in the con-
text of its location. The histopathological characteristic
of EAH is proliferation of eccrine glands and vascular
components. It was previously reported that EAH is
a lymphatic proliferation and that it should be named
eccrine lymphangiomatous hamartoma.! According to
that report, some cases of EAH were positive for D2-
40 in the vessels and it was suggested that it could have
originated from lymphatic vessels.! EAH may have
two possibilities of vascular and lymphatic origins. In
the present case, D2-40 was negative and CD31 was
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EAH on the nail bed

Fig. 1. (a) Physical examination revealed onycholysis in the distal
nail bed and a subungual nodule. (b) X-ray examination revealed
an isolated bone (red arrow) in the distal part of the distal phalanx
of the thumb. (¢) Intraoperative findings of onychectomy showed
a skin-colored nodule and central cleft. In addition, an isolated
bone was seen in the cleft (red arrow). (d) A histopathological
specimen from the nodule showed mild hyperkeratosis, acanthosis
and papillomatosis in the epidermis and dilated vessels in the
superficial dermis (H&E staining, bar = 250 pm). (e) In the mid-
dermis, eccrine glands were aggregated (H&E staining, bar = 100
um). (f) CD31 staining was positive for the dilated vessels in the
superficial dermis (CD31 staining, bar = 80 um).

positive for the vessels. Therefore, we figured that the
present case originated from vascular components.

The pathogenesis of acquired EAH has not been
completely elucidated, but several cases have been
reported to be caused by external stimuli. In this case,
we speculated from the X-ray findings that the bone
fragment indicated bone fracture caused by an external
injury. There have been some cases of EAH in which
apocrine glands, hair follicles and adipose tissue were
observed around the lesion of EAH.3~¢ Although the
subungual area generally has no sweat glands, unusual
elements such as an adnexal structure and fat tissue can
be included in EAH.

In conclusion, our case suggests that a traumatic
stimulus can induce EAH anywhere including regions
where sweat glands are normally not found.
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