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bstract

ngiolymphoid hyperplasia with eosinophilia (ALHE) is a rare vascular proliferation of unknown pathogenesis that may be related to trauma.
lthough it affects mainly the head and neck, the zygomatic area is rarely involved. We report a case that affected the zygomatic region of

 46-year-old black man. The lesion had been present for about a year and the patient reported that it appeared after a facial injury during a
occer match. Clinical and tomographic investigations suggested a benign tumour, and the lesion was excised through an intraoral approach.
istopathological examination showed the unexpected diagnosis of ALHE. This tumour was interesting because of its rarity, and also because
f its unusual site within the head and neck region. The diagnosis of ALHE is hardly ever considered in the differential diagnosis of zygomatic

odules.

 2019 The British Association of Oral and Maxillofacial Surgeons. Published by Elsevier Ltd. All rights reserved.
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ngiolymphoid hyperplasia with eosinophilia (ALHE) is a
are vascular lesion of unknown aetiology that is charac-
erised by blood vessels that are lined by prominent, large,
epithelioid” endothelial cells, and an inflammatory infil-
rate that is rich in eosinophils and organised into lymphoid
ollicles.1,2 Most affected patients are in their third to fifth
ecades of life, and it has a predilection for white women.3

ere we report a case of ALHE that presented as a subcuta-

eous nodule in a black man.
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 46-year-old black man presented with a subcutaneous nod-
le of one year’s duration in the zygomatic area. The lesion
ad apparently appeared after an injury that occurred while
e was playing a game of soccer. Clinical and tomographic
xamination showed a well-circumscribed subcutaneous
odule that measured 4.0 cm in its greatest dimension, which
uggested a benign tumour (Fig. 1). Because of its site, and
onsidering that he had aesthetic concerns, the lesion was
xcised through an intraoral approach. The biopsy speci-
en was oval, yellow-brown in colour, fibrous, and had a

mooth surface. Microscopic analysis showed a proliferation
f blood vessels that were lined by plump endothelial cells,

ometimes showing epithelioid morphology, and mixed with
n intense mononuclear inflammatory infiltrate and many
osinophils (Figs. 2 and 3). Immunostaining for smooth mus-

blished by Elsevier Ltd. All rights reserved.
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Fig. 1. Tomographic image showing no infiltration into the surrounding
tissue (arrow).

Fig. 2. Low-power view showing an intense mononuclear inflammatory
infiltrate. Note the formation of the lymphoid follicle (arrow) (haematoxylin
and eosin, original magnification ×25).

Fig. 3. A higher view that highlights the proliferation of epithelioid vessels
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induced by trauma. Int J Dermatol 2006;45:1211–4.

5. Karabudak O, Taskapan O, Bozdogan O, et al. Angiolymphoid hyperpla-
sia with eosinophilia: atypical appearance in an older patient. Indian J
Dermatol 2008;53:144–5.
ixed with a large number of eosinophils (haematoxylin and eosin, original
agnification ×100).

le actin and CD34 highlighted that the lesion was vascular.

he final diagnosis was angiolymphoid hyperplasia with
osinophilia.
 Maxillofacial Surgery 57 (2019) 479–480

iscussion

LHE, also known as epithelioid haemangioma, is a vascular
roliferation that was first described in 1969.1 Its pathogen-
sis is uncertain; some authors consider it to be a benign
ascular neoplasm, while others think that it is probably a sec-
ndary vascular proliferation that may be related to injury.4

n the present case the possibility that the lesion was reactive
s more likely, as there was a history of local trauma.

The head and neck is certainly the expected site for ALHE,
ut the skin of the zygomatic area is rarely involved.2,5 We
ound only one case that was similar to the present one in
ite, size, and clinical and tomographic findings.2 The main
ifference between that study and the case reported here is
he surgical access, which in our case was intraoral.

Kimura’s disease, which is usually considered in the
ifferential diagnosis of ALHE, has a similar histological pic-
ure, but it is usually defined by three main characteristics:
ubcutaneous masses, eosinophilia in the peripheral blood,
nd high serum concentrations of IgE.3 In the present case,
ll the patient’s blood tests were within the normal ranges,
ncluding the eosinophil count.

The present case was the first seen in our oral pathology
ervice, which has dealt with over 95,000 biopsy specimens.
t is an interesting case because the diagnosis of ALHE is
nlikely to be considered in the differential diagnosis of zygo-
atic nodules. The intraoral surgical approach showed itself

o be a good option, particularly in that it avoided undesirable
cars on the face.
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