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CASE REPORT
A rare case of ‘histiocytoid haemangioma’ of
the hand
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Department of Plastic Surgery, University of Naples “Federico II”, Via Pansini 5, 80122 Naples, Italy
Received 2 January 2013; accepted 3 April 2013
KEYWORDS
Histiocytoid
haemangioma;
Hand tumour;
Angiolymphoid
hyperplasia with
eosinophilia;
Tumour-like lesion
* Corresponding author. C.so Vittori
del Greco, Naples, Italy. Tel.: þ
0818491105.

E-mail address: gaccardo@hotmail

1748-6815/$-seefrontmatterª2013Bri
http://dx.doi.org/10.1016/j.bjps.2013.0
Summary Histiocytoid haemangioma has been identified by Rosai in 1979 as a group of
vascular tumour-like lesions. This lesion can occur in a wide variety of sites. Surgical excision
is the treatment of choice.

We present the case of a 35-year-old man with a swelling in the thenar region of his right
hand. Preoperative X-rays, magnetic resonance imaging (MRI) and angio-computed tomography
(angio-CT) demonstrated a lesion invading the radial digital artery to the index finger without
any bone erosion. It was excised ‘en bloc’ with the artery itself. The radial digital nerve to the
index finger and the main digital artery to the thumb were preserved. No local recurrence was
observed at the 3-year follow-up.

Histiocytoid haemangioma of the hand is a rare disease, and patients should undergo early
surgical treatment to achieve complete excision of the lesion without any functional deficit.
ª 2013 British Association of Plastic, Reconstructive and Aesthetic Surgeons. Published by
Elsevier Ltd. All rights reserved.
Case report

A 35-year-old man presented to our clinic with a swelling in
the thenar region of his right hand. The lesion onset dated 7
months with no history of trauma. There was no family
history of cutaneous or vascular malformations.
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On examination there was no pain, no flexor tendon
involvement and no sensory deficits. Both thumb and index
finger were well perfused.

X-rays showed no bony erosion. A magnetic resonance
imaging (MRI) scan revealed a soft-tissue tumour-like lesion
around and invading the digital artery to the index finger;
an angio-computed tomography (angio-CT) scan revealed
the vascular occlusion of this last vessel.

At surgery the mass appeared as a nodular, capsulated
lesion of 2.8 � 1.5 � 1.1 cm size (Figure 1). It was excised
‘en bloc’ with the radial digital artery of the index finger.
The radial digital nerve to the index finger and the main
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Figure 1 The lesion appearance at surgery: invasion of the
radial digital artery to the index finger.

Figure 3 The prominent endothelial cells of histiocytoid
hemangioma can be appreciated at haemathoxyline and eosin
staining. Scattered inflammatory cells with predominance of
plasmacellular and lymphoid infiltration and rare eosinophils
can be seen. H&E, 20�.
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artery to the thumb were preserved (Figure 2). At histology,
a haematoxylin and eosin-stained section showed a vascular
lesion in the form of small vessels, some of which presented
a prominent endothelium with a ‘hob nail and histiocytoid’
pattern. A rich inflammatory reaction with an important
plasmacellular and lymphoid infiltration was associated.
These aspects were all expression of a benign lesion, his-
tiocytoid haemangioma, which has local recurrence ca-
pacity. The diagnosis of histiocytoid haemangioma was
confirmed by an immunohistochemistry staining for an
endothelial cell marker, CD34 (Figures 3 and 4).

At the 3-year follow-up the patient did not report any
functional deficit or local recurrence.

Discussion

In 1979 Rosai et al.1 first used the term ‘histiocytoid hae-
mangioma’ to describe a group of skin, soft tissue, large
vessels, bone and heart entities. According to the authors,
all these lesions were characterised by the proliferation of
a ‘histiocytoid or epithelioid endothelial cell’. Immuno-
chemical and ultrastructural findings suggest an endothelial
origin for the lesion, which is characterised by well-formed
Figure 2 The radial digital nerve to the index finger and the
main artery to the thumb that were both preserved.
capillary-sized vessels lined by histiocytoid or epithelioid
endothelial cells and often followed by secondary inflam-
matory infiltrate.2

Histological diagnosis is often difficult as epithelioid
endothelial cells can be observed in a variety of vascular
lesions, ranging from benign and reactive to the neoplastic
and fully malignant. Allen et al.3 proposed in 1992 a clas-
sification of ‘histiocytoid haemangioma-like’ lesions that
included angiolymphoid hyperplasia with eosinophilia, his-
tiocytoid haemangioma of the testis, epithelioid hae-
mangioendothelioma and probably spindle cell
haemangioendothelioma.

At the moment, histiocytoid haemangioma can be
considered an uncommon benign vascular proliferative
lesion of unknown origin with no reported incidence of
metastatic disease and a good prognosis. However, these
Figure 4 Immuhistochemistry staining for an endothelial cell
marker like CD34 is markedly positive. CD34 Immunohisto-
chemistry, 20�.
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kinds of lesions could have local recurrence and simulta-
neous multifocal presentations, even in different organs, as
described by Dannaker et al.4 in 1989. They reported the
case of a 31-year-old man with multiple histiocytoid hae-
mangiomas involving skin, subcutaneous tissue and bone
limited to the left arm and hand.

Some authors suggested that traumatic events may
stimulate the onset of histiocytoid haemangiomas.3 This
lesion can occur in adults and in children. It may concern a
wide variety of sites such as skin, soft tissue, oral mucosal
membrane,5 nails,6 testis,7 bone,3 colon, heart and even
the epididymis.8

Clinical diagnosis is often difficult as the tumour occurs
as a progressively tender swelling next to a vessel course
with no relevant symptoms in most of the cases. Skin dis-
colouration may be appreciated especially in districts with
a terminal circulation such as the hand. Pain and/or func-
tional symptoms may rarely appear because of tumour
compression on adjacent structures (nerves, vessels or
tendons). Imaging can be useful to study tumour extension,
the vascular involvement and any other simultaneous pre-
sentations; but histology is mandatory to obtain a certain
diagnosis, especially when confirmed by a immunohisto-
chemistry for an endothelial cell marker such as CD31 or
CD34.

Surgical excision is the treatment of choice for histio-
cytoid haemangioma. Other therapies reported in the
literature especially for angiolymphoid hyperplasia with
eosinophilia are laser-assisted excision for smaller and su-
perficial lesions9, pharmacological treatment with pentox-
ifylline10 and indomethacin farnesil11, chemotherapy,
intralesional steroid injections, low-dose irradiation, cryo-
therapy9 and even interferon alpha.12 Early diagnosis is very
important for efficient eradication of these lesions. As
there is no risk of metastasis, biopsies are recommended
once histiocytoid haemangioma is suspected.

Kraphol et al.13 had already described a rare localisation
of the angiolymphoid hyperplasia with eosinophilia which
involved the fourth and fifth rays, with complete occlusion
of the ulnar artery, and a small lesion at the level of the
metacarpophalangeal joint of the index finger. Our case is a
rare localisation in the palm arising from the radial digital
artery of the index finger never described before. The
technical challenge consisted in preserving sensation to the
radial side of the index finger and, more importantly, pre-
serving vascularity to the thumb without interruption of its
main artery.

In conclusion, histiocytoid haemangiomas group a vari-
ety of rare vascular lesions that can originate from
different organs, even the hand as reported here. Diag-
nostic investigations should include MRI in combination with
angiography, angio-MRI or angio-CT scan to determine the
extent of the lesion and the vascular involvement. Once the
diagnosis of histiocytoid haemangioma is suspected, early
and complete surgical excision of the lesions should be
undertaken.
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