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Caso Clinico / Case Report

Hiperplasia angiolinféide com eosinofilia - relato de

dois casos

Angiolymphoid hyperplasia with eosinophilia - report

of two cases
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Resumo: Os autores apresentam dois casos de hiperplasia angiolinféide com eosinofilia, doenca relati-
vamente rara. Uma das pacientes apresentava lesdes exuberantes e de localizagdo incomum, ja que é em
geral situada na cabega e/ou no pescoco. A histopatologia corada com HE e a imuno-histoquimica com
fator VIII confirmaram o diagndstico e a origem endotelial das leses de ambas as pacientes.
Palavras-chave: eosinofilia; hiperplasia angiolinféide com eosinofilia.

Summary: The authors present two cases of the relatively uncommon disease angiolymphoid hyper-
plasia with eosinophilia, which is usually located on the head and/or neck. One of the patients sho-
wed exuberant lesions and unusual site. Histopathology with HE and immunohistochemistry with fac-
tor VIII confirmed the diagnosis and the endothelial origin in both cases.

Key words: eosinophilia; angiolymphoid hyperplasia with eosinophilia.

INTRODUCAO

A hiperplasia angiolinféide com eosinofilia (Hale) &
tumor vascular incomum com caracteristicas clinicas e his-
topatoldgicas que permitem seu pronto diagnostico.! Em
1969, quando doenca foi descrita pela primeira vez,
Wells & Whimster? denominaram-na hiperplasia angiolin-
féide subcuténea com eosinofilia.

A Hale caracteriza-se por nodulos ou papulas de
aspecto angiomatoide, solitarias ou multiplas, de localiza-
¢80 predominante na cabega, em especial em torno das ore-
Ihas, fronte e couro cabeludo, e no pescoco. De natureza
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INTRODUCTION

Angiolymphoid hyperplasia with eosinophilia
(ALHE) is an uncommon vascular tumor with clinical and
histopathologic characteristics that promptly permit its
diagnosis.* In 1969, when this disease was first described,
Wells & Whimster? called it subcutaneous angiolymphoid
hyperplasia with eosinophilia.

Solitary or multiple nodules or papules with an
angiomatoid aspect characterize ALHE and its location is
predominantly on the head, especially around the ears,
forehead and scalp, and also the neck. Its origin is uncer-
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incerta, tem sido chamada de hemangioma epitelidide,
pseudogranuloma piogénico, angioplasia vascular, prolife-
racdo vascular intravenosa atipica e de nédulos inflamato-
rios angiomatosos. E com freqgiiéncia confundida com a
doenca de Kimura.**

Apesar de haver grande variagdo nos achados histo-
patolégicos da Hale, é provavel que, na dependéncia dos
diferentes estégios da doenga e das respostas teciduais,®
mostre basicamente dois componentes principais:

1. componente vascular, com marcada proliferagéo de célu-
las endoteliais, e

2. componente celular, com intenso infiltrado de linfécitos,
histiécitos, e eosindfilos.5”

RELATO DOS CASOS
Caso 1

Paciente do sexo feminino, de 20 anos, parda, natu-
ral e residente no Rio de Janeiro, notou o surgimento de
papulas no antebraco direito associadas a discreto prurido.
As lesdes evoluiram lenta e progressivamente por oito
meses até que a paciente procurou o Hospital Clementino
Fraga Filho, da Universidade Federal do Rio de Janeiro.

Negava traumatismos no local das lesdes, sua histé-
ria patol égica pregressa, fisiologica, familiar e social ndo
apresentava ocorréncias dignas de nota, e ndo havia quadro
semelhante na familia ou em meio a seus conhecidos. A
contagem de eosindfilos do sangue estava normal.

Ao exame dermatol 6gico observavam-se | esdes nodu-
lares arredondadas, de didmetro varidvel entre 0,2 e 0,5cm,
eritémato-viol &ceas, algumas com pequena umbilicagdo cen-
tra, ndo dolorosas a palpacao, totalizando quatro lesdes na
face anterior do antebracgo direito (Figuras 1A, 1B e 2A).

Figura 1A:
Caso 1 -
Nédulos

violaceos no

antebrago
direito.
Figura 1 B:
Caso 1-
Nédulos
violaceos no
antebrago
direito - close.
Figure 1A:
Case 1 -
violaceous
nodules on
the right fore-
arm.

Figure 1B:
Case 1- viola-
ceous nodules
on the right
forearm -
close.
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(HE - 40X) prolif-

tain and it has been called epithelioid hemangioma, pyo-
genic pseudogranuloma, vascular angioplasia, atypical
intravenous vascular proliferation and angiomatous
inflammatory nodules. There is a frequent misdiagnosis
with Kimura's disease.*®

Although there is a great variation in the
histopathological findings of ALHE, it is probable that,
depending on the different stages of the disease and of the
tissular reaction,® it presents two main components:
1. vascular component, with marked proliferation of
endothelial cells; and
2. cellular component, with intense infiltrate of lympho-
cytes, histiocytes and eosinophils.®’

CASE REPORTS
Case 1

20-year-old black female, born and resident in Rio
de Janeiro, noticed the onset of discretely pruritic papules
on her right forearm. There was slow progression of the
lesions for eight months before she sought medical advise
at the Clementino Fraga Filho Hospital, of the Federal
University of Rio de Janeiro.

The patient denied any past trauma on the site of the
lesions, her past medical, physiologic, familial, and social
history were inexpressive and there were no similar cases
among her family or acquaintances. Blood eosinophils
were normal in number.

At dermatological examination, a total of four
nodular, round, erythemato-violaceous lesions, with 0.2
and 0.5 cmin diameter, were noticed on the anterior side of
the right forearm. Some had a small central umbilication
and were painful on palpation (Figures 1A, 1B and 2A).

Figura 2A: Caso
1 — Nédulos vio-
laceos no
punho.

Figura 2B: Caso 1-
Histopatologia

eracdo de vasos
sangliineos com
luz alargada na
derme.

Figure 2A: Case
1-violaceous
nodules on the
right wrist.
Figure 2B: Case
1 - histopatho-
logy (HE - 40X)
proliferation of | *
blood vessels
with enlarged
lumen in the| *
dermis.
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Figura 3A: Caso 1 — Histopatologia | =_ . -y = ZF TR AW Figure 3A: Case 1 - histopathology
(HE - 40X) vasos sangtiineos forrados por | & %=, _ . ;' 1 { }I (HE - 40X) blood vessels paved by
células endoteliais de ndcleos grandes e | f2m" Le. na oy B s g 1"‘ endothelial cells with large nuclei and
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Figura 3B: Caso 1 — Imuno-histoquimica | "z e -5 . "= e [ e a-_'f Figure 3B: Case 1 - immunohistochemistry
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_1-4:.. I. .-I L il L e | _'\-_'-u,‘ ﬁ‘q
+ el & £ = L -
5 '.'1-"‘::: __.'.rr : w0 <o .?
'A... ] 1_\_.._‘ .1-.1‘ Ly 2 ;"I':'
be"F, e, W B T o TmLal

Foi realizada bidpsia de uma
dessas lesBes (Figuras 2B e 3A), e 0
exame histopatolgico revelou pro- |
liferacdo de vasos de calibres varia- | f
dos, em arranjo nodular, e circunda
dos por infiltrado inflamatério de
linfécitos e histidcitos, mas princi-
palmente com grande nimero de .
eosinofilos, em toda a extensdo da | -
derme. Esses vasos mostravam

A biopsy from one of these
lesions (Figures 2B and 3A)was
obtained and the histopathological
examination showed a proliferation
of blood vessels with various sizes,
- in a nodular arrangement, sur-
; rounded by an inflammatory infil-
trate of lymphocytes and histio-
cytes, but mainly with a large num-
» =~ | ber of eosinophils, in all extension

paredes espessadas com células
endoteliais de citoplasma amplo e eosinofilico, as vezes
com vacuol os, fazendo uma protusdo para o limen. O diag-
nostico foi de Hale. O exame de imuno-histoquimica foi
positivo para o fator VIII, provando a origem endotelial
dessas cdlulas (Figura 3B).

A paciente foi submetida a injegBes intralesionais de
corticdide, com boa resposta inicial. Apds seis meses, as
lesBes tornaram-se resi stentes a essa terapia, e ndo ocorreram
mais melhoras. Optou-se entdo pela criocirurgia com nitrogé-
nio liquido, havendo desaparecimento total das lesdes.

Caso 2
Paciente do sexo feminino, de 35 anos, branca, natu-

of the dermis. These vessels had
thickened walls composed of endothelial cellswith large and
eosinophilic cytoplasm, sometimes with vacuoles, protrud-
ing into the lumen. The diagnosis was ALHE. The immuno-
histochemical examination was positive for factor VIII,
proving the endothelial origin of these cells (Figure 3B).

The patient was submitted to intralesional steroid
injectionswith a good initial response. After six months, the
lesions became resistant to this therapy and there was no
more improvement. Cryosurgery with liquid nitrogen was
then indicated with total disappearance of the lesions.

Case 2
35-year-old white female, born and resident in

ral e residente em Fortaleza, procu-
rou o Hospital Walter Cantidio, da
Universidade Federa do Cearg, por-
gue notou o aparecimento de peque-
nos nodulos violaceos e prurigino-
sos na orelha esquerda e por trés
dela, que julgava se terem iniciado
apos picadas de inseto no local. A
paciente ndo sabia precisar o tempo
de evolucéo.

N&o havia problemas signifi-

Fortaleza, sought medical attention
at the Walter Cantidio Hospital, of
the Federal University of Ceara,
because she noticed the onset of
small pruritic violaceous nodules
on and behind her left ear, which,
she thought, began after insect
bites at this site. The patient was
not certain when the lesions began.

There were no significant
problemsin her past medical, phys-

cativos em sua histéria patologica

Figura 4A: Caso 2 — N6dulos violaceos
na parte superior da orelha e regido
retroauricular esquerda.

Figura 4B: Caso 2 — Histopatologia
(HE - 16X) proliferacdo de vasos
sanguineos com luz alargada na derme.

iologic, familial, and social history

Figure 4A: Case 2 - violaceous nodules
on the upper left ear lobe and
retroauricular region.

Figure 4B: Case 2 - histopathology

(HE - 16X) proliferation of blood ves-
sels with enlarged lumen in the dermis.
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Figura 5A: Caso 2 — Histopatologia

Figure 5A: Case 2 - histopathology

¥ 5
(HE - 16X) proliferagédo de vasos e i, (HE - 16X) proliferation of blood vessels
sanguiineos com luz alargada na derme. F with enlarged lumen in the dermis.
" .
Figura 5B: Caso 2 — Histopatologia i | ] Figure 5B: Case 2 - histopathology
(HE - 100X) infiltrado inflamatério de '-_‘ Sk 1 (HE - 100X) inflammatory infiltrate
linfocitos, histiocitos e alguns eosinofi- 1' f i 1 of lymphocytes, histiocytes and some
los no estroma em torno dos vasos. "ﬁ ™ i ’ eosinophils in the stroma around the
%F“' . [ || vessels.
- . i ’
e ’ K
; e
@ # § A"
pregressa, fisiologica, familiar e g™ '* T i e and she informed there were no
social, nem relatava quadros seme- | |» l‘_-f,‘ s .." i -{_ ‘:' F e B 4| members of her family or contacts
Ihantes entre familiares ou contac- e ..I‘n?.; I{ r ﬁ s i g with similar lesions. Eosinophils
tantes. Os eosindfilos sangiiineos L o et il | 2 ok ‘f' % | blood count was normal.
apresentavam nimero normal. r. .-' & -ﬂ.’.‘ 'j;:_& Lha g The dermatological exam
Z .. i N _ Ll
Oexam? dermatol 6gico mos- +- f ,;a N R, 4 ""jr ’ ;- showed_ two papulonod_ular, erythe—
trava duas lesBes papulonodulares, .F"'h"‘ll'} ] 5' - mato-violaceous lesions  with
fan . 0z ¥ = - . . . .
eritémato-violéceas, de aspecto an- ’ I T tr_: . ﬂ._ ) } angiomatoid aspect, on the superior
giomatdide, na porcdo superior da .‘1 -r;p‘r“-r " _"“ ol | portion of the left ear and left
orelha esquerda e regido retroauricu- | [ " v 0 2N t s ﬁ‘ retroauricular region (Figure 4A).

lar esquerda (Figura 4A).

O exame histopatol 6gico dalesdo da orelha (Figuras
5A, 5B e 6A) revelou proliferacdo dérmica de vasos sanguii-
neos irregulares, de paredes espessas forradas por células
endoteliais dilatadas, que se projetavam para dentro de suas
luzes. Essas células tinham abundante citoplasma eosinofi-
lico e nucleos grandes. O estroma consistia de tecido fibro-
vascular com linfécitos, eosindfilos e mastécitos. Essas
caracteristicas sdo tipicas de Hale, e os estudos imuno-his-
toquimicos demonstraram positividade para antigeno rela-
cionado ao fator VIII (Figura 6B).

As lesBes foram tratadas com associacdo de corti-
costeroide intralesional e criocirurgia com nitrogénio liqui-
do (uma a cada trés semanas). Apods seis meses de

The histopathological exam
of the ear lesion (FigurEs 5A, 5B and 6A) revealed a der-
mal proliferation of irregular blood vessels, with thick-
ened walls covered by dilated endothelial cells that pro-
jected into the lumen. These cells had an abundant
eosinophilic cytoplasm and large nuclei. The dermis con-
sisted of a fibrovascular stroma with lymphocytes,
eosinophils and mastocytes. These characteristics are typ-
ical of ALHE and the immunohistochemical studies
demonstrated positivity to the antigen related to factor
VIII (Figura 6B).

The lesions were treated with an association of
intralesional steroid and cryosurgery with liquid nitrogen
(one session each three weeks). After six months of treat-

tratamento, havia involucéo parcial

da lesdo maior e regressdo comple- i "
ta da menor. ) "il ;".. e
. | ; ‘.u
DISCUSSAO W .
A Hale é tumor benigno raro s
que, em geral, mostra uma ou poucas it 'Y
lesbes na cabeca e pescogo de adul- F u. %%
tos jovens® Cresce lentamente, é | = 880 ' -
autolimitada e caracterizada por LA . ,.""" ‘o

intensa proliferacéo de células endo- :

Figura 6A: Caso 2 — Histopatologia

(HE - 100X) células endoteliais de
nucleos grandes e citoplasma
eosinofilico projetando-se para dentro
da luz dos vasos sangiiineos.

Figura 6B: Caso 2 — Imuno-histoguimica
(Fator 8 — 40X) vasos forrados por célu-
las endoteliais que mostram imunor-
reatividade ao antigeno relacionado ao
fator VIII.

ment, there was a partial involution
of the larger lesion and total regres-

- sion of the smaller one.

F
DISCUSSION

ALHE is a rare benign
tumor that, in general, shows one or
a few lesions on the head and neck
of young adults.”® It grows slowly, is
i & '| auto-limited and characterized by
an intense endothelial cell prolifer-

Figure 6A: Case 2 - histopathology

(HE - 100X) endothelial cells with large
nuclei and eosinophilic cytoplasm,
projected into the lumen.

Figure 6B: Case 2 - immunohistoche-
mistry (Factor 8 - 40X) vessels paved by
endothelial cells that show
immunoreactivity to the antigen related
to factor VIII.
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teliais. Acredita-se ser ma formacdo resultante de um shunt
arteriovenoso subjacente. Sua patogénese é desconhecida,
representando provavelmente verdadeira neoplasia vascular
ou fendbmeno reativo cicatricia apds uma variedade de
agressdes, como trauma, infecgdo ou desequilibrio humo-
ral.** E primariamente um processo vascular, e suas outras
alterac6es, como a presenca de foliculos linféides e eosing-
filos, parecem ser secundérias. Estados de hiperestrogene-
mia podem também estar relacionados a doenca.®*

A segunda paciente aqui focalizada atribuia o apare-
cimento dos nédul os a pi cadas de inseto, e é sabido que bidp-
sias profundas revelam shunt arteriovenoso em porcentagem
significativa de casos.*®* Assim, considerando que a Hale
representa processo hiperplastico reativo como resultado de
dano ereparacdo de umaartériaou veia,® é possivel que pica
das de inseto possam contribuir para o desenvolvimento dos
nodulos.

H& muita confusdo na literatura médica sobre a doen-
cade Kimurae aHale, termos usados até mesmo como sinb-
nimos, e alguns autores sugerem ser a doenca de Kimura
parte do espectro da Hale.* Ambas tendem a provocar lesbes
nodulares, envolvem primariamente a cabega e 0 pescogo, e
tendem também a persistir. A doenga de Kimura mostra
nodul os subcutaneos da cor da pele normal, enquanto aHale
apresenta nodulos de cor avermelhada e/ou violacea, o que
reflete sua natureza vascular.* Ackerman et al.** referem que
as semelhancas histopatoldgicas sfo vérias, ja que ambas
podem:

1. envolver aderme e o tecido subcuténeo;

2. ter infiltrado composto de linfocitos e eosindfilos;

3. ter vasos forrados por células endoteliais que podem estar
dilatadas e conter citoplasma abundante;

4, ter fibroplasia e muitas células plasméticas; e

5. poupar as estruturas anexiais epiteliais e ndo epiteliais.

Seu diagnostico diferencial histopatol 6gico é baseado
no seguinte:*

Hale

1. ndo costuma se assemel har atecido linféide quando obser-
vada em pequeno aumento;

2. é principamente um distirbio de vasos sangiiineos;

3. mostra estruturas semelhantes a veias anormais, muito
dilatadas, na derme e/ou gordura subcutanes;

4. apresenta pouco ou nenhum foliculo linféide;

5. encontra-se com freqiiéncia musculo liso nas paredes das
estruturas semel hantes a veias;

6. tem mucina em abundéancia dentro das paredes das estru-
turas semelhantes avelas;

7. as cdlulas endoteliais dilatadas, algumas delas poligonais,
projetam-se bastante para dentro da luz dos vasos;

8. € comum ter um ou mais vactol os no citoplasmadas célu-
las endoteliais anormais;

9. os ensindfilos variam em niimero, de ausentes a NUMErosos;
10. a gordura subcutanea ndo é substituida por tecido
fibroso;
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ation. It is believed that it is a malformation resulting from
a subjacent arterio-venous shunt. Its pathogenesis is
unknown, probably representing a true vascular neoplasia
or a reactive cicatricial phenomenon after a variety of
aggressions, such as trauma, infection, or humoral dese-
quilibrium®® It is primarily a vascular process and its
other alterations, as the presence of lymphoid follicles and
eosinophils, seem secondary. Hyperestrogenemia states
can be related to this disease.>®

Our second patient attributed the onset of the nodu-
lesto insect bytes and it is known that deep biopsies reveal
an arterio-venous shunt in a significant percentage of
cases.*® Therefore, if we consider that ALHE represents a
reactive hyperplastic process asa result of injury and repa-
ration of a artery or vein,® it is possible that insect bites can
contribute to the devel opment of the nodules.

There is great confusion in the medical literature
surrounding Kimura's disease and ALHE, names used even
as synonyms, and there are authors suggesting that
Kimura's disease is part of the spectrum of ALHE.® Both
have the tendency to produce nodular lesions, involving
primarily the head and neck, and also have the tendency to
persist. Kimura's disease shows normal skin color subcu-
taneous nodules while ALHE presents reddish and/or viola-
ceous nodules, reflecting its vascular nature.™ Ackerman et
al." refer that the histopathological similarities are many;,
as both can:

1. involve dermis and subcutaneous tissue;

2. have a infiltrate composed of lymphocytes and
eosinophils;

3. have vessels paved by endothelial cells, which can be
dilated and contain abundant cytoplasm;

4. have fibroplasia and many plasmatic cells; and

5. not affect epithelial and non-epithelial adnexal structures.

Its histopathological differential diagnosisis based
on the following:*

Alhe

1. does not look like lymphoid tissue when observed under
low magnification;

2. is predominantly a blood vessel disturbance;

3. shows structures similar to very dilated, abnormal veins,
in the dermis and/or subcutaneous fat;

4. presents few or no lymphoid follicles;

5. has smooth muscle frequently on the walls of the struc-
tures similar to veins;

6. has mucin in abundance inside the walls of the structures
similar to veins,

7. shows the dilated endothelial cells, some polygonal, pro-
jecting themsel ves deep into the lumen of the vessels;

8. commonly shows one of more vacuoles in the cytoplasm
of the abnormal endothelial cells;

9. has a variation in the number of eosinophils from absent
to numerous;

10. presents substitution of subcutaneous fat by fibroustissue;
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11. ndo ha acometimento da fascia.

Doenca de Kimura

1. assemelha-se a tecido linféide quando observada em
pegueno aumento;

2. éum disttrbio dos foliculos linféides;

3. mostra estruturas anormais semelhantes a veias sem gran-
de dilatacao;

4. mostra muitos foliculos linféides;

5. ndo se encontra musculo liso na parede dos vasos;

6. ndo ha mucina na parede dos vasos;

7. as cdlulas endoteliais ndo se projetam muito paradentro da
luz dos vasos;

8. ndo ha vacuiol os nessas células endotdiais;

9. 0s eosindfilos S0 sempre NUMErosos;

10. a gordura subcutanea é com freguiéncia substituida por
tecido fibroso;

11. ha extensdo para a fascia e por vezes até para dentro do
muscul o esquel ético.

O tratamento de eleicdo € a excisdo cirlrgica, apesar
de recidivas serem frequientes.® Outras modalidades terapéu-
ticastém sido propostas, entre elas: criocirurgiacom nitrogé-
nio liquido, laserterapia,®? radioterapia loca ,* &cido retindi-
co aromético,* vinblastina em paciente com extenso envol-
vimento cutdneo e mucoso,”® acitretina® e corticoterapia
local €/ou intralesional, especialmente em casos recidivan-
tes. Remissdo esponténea pode ocorrer.®

Na primeira paciente, cujas lesdes recidivaram apos
as injegcbes intralesionais de corticosterdide, ndo houve
recorréncia depois da criocirurgia nos seis meses seguintes,
por isso, para ela, modalidade foi uma boa opcéo tera-
péutica para sua doenca. Naoutra, entretanto, desde o inicio,
a associacdo de corticoterapia e criocirurgia resolveu apenas
parciamente o quadro nos primeiros seis meses. Para
paciente considera-se no momento a possibilidade de fazer
uma exérese completa do nédulo maior, ja que lesdes gran-
des tendem a persistir, a ndo ser que o shunt arteriovenoso
sgjaexcisado.”

Os autores julgam interessantes esses dois casos por-
gue a primeira paciente era do sexo feminino, tinha 20 anos
de idade e apresentava lesBes exuberantes e pruriginosas,
que, pela aparéncia e localizagdo, mimetizavam clinicamen-
te um ceratoacantoma. O fato de serem no antebraco direito
ndo condiz com os achados habituais da Hale. Na segunda
paciente, também do sexo feminino, os aspectos morfol igi-
cos, locdizagéo e distribuicéo, a presenca de prurido, géne-
ro e idade de inicio da doenca estéo de acordo com os acha
dos de Wilson-Jones & Bleehen, em 1970, e de Olsen &
Helwig, em 1985.° A histopatologia corada com HE e a
imuno-histoquimica com fator VIII confirmaram a origem
endotelial das lesdes de ambas as pacientes. O fato de ndo
apresentarem eosinofilia ndo invalida o diagnostico, ja que
caracteristica € encontrada em ndo mais do que propor-
¢80 que varia de 10 a 15% dos casos.*® u
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11. does not present fascia involvement.

Kimura's disease

1. is similar to lymphoid tissue when observed under low
magnification;

2. is predominantly a lymphoid follicle disturbance;

3. shows abnormal structures similar to veins without great
dilatation;

4. presents many lymphoid follicles;

5. has no smooth muscle on the walls of the vessels;

6. has no mucin inside the walls of the vessels;

7. shows no projection of the endothelial cells into the
[umen of the vessels;

8. shows no vacuoles in these endothelial cells;

9. eosinophils are always numerous;

10. shows frequent substitution of subcutaneous fat by
fibrous tissue;

11. presents extension to fascia and sometimes even to the
skeletal muscle.

The treatment of choice is surgical excision,
although recurrences are frequent.® Other therapeutic
modalities have been proposed, among them: cryosurgery
with liquid nitrogen, lasertherapy,”® local radiotherapy,*
aromatic retinoic acid,* vinblastine in patient with exten-
sive cutaneous and mucous involvement,”® acitretin®® and
local and/or intralesional steroids, especially in recurrent
cases. Jpontaneous remission may occur.®

The first patient, in whom there was recurrence of
the lesions after the intralesional injection of steroid, did
not show recurrence after cryosurgery for the following six
months, and because of this, for her, this modality was a
good therapeutic option. In the other patient, the associa-
tion since the beginning of steroid and cryosurgery totally
improved the smaller lesions but reduced only partially the
larger lesion in the first six months of therapy. For this
patient the possibility of complete surgical excision of the
larger nodule is being considered, since larger lesionstend
to persist unless the arterio-venous shunt is removed.”

We consider these are two very interesting cases
because our first patient was a 20-year-old female
presenting exuberant and pruritic lesions that by their aspect
and location clinically mimic a keratoacanthoma. The fact
that they were located on the right forearm is not consistent
with the usual findings of ALHE. In our second patient also a
female, the morphologic aspects, location and distribution,
the presence of pruritus, gender and age of onset of the dis-
ease are in accordance with the findings of WIson-Jones &
Bleehen, in 1970, and of Olsen & Helwig, in 1985.° The
histopathology stained by HE and the immunohistochemistry
with factor VIII confirmed the endothelial origin of the
lesionsin both patients. The fact that there was no eosinophil-
ia does not invalidate the diagnosis, since this characteristic
isfound in not more than 10-15% of the cases®® d
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