Doenca cistica da adventicia na veia basilica: relato de caso
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Resumo

A doenga cistica da adventicia é uma entidade rara que acomete principalmente a artéria poplitea. A ocorréncia
em veias é muito rara, e sua etiologia é desconhecida. Clinicamente, apresenta-se como isquemia, trombose ou dor
a depender do territdrio acometido. Apresentamos o caso de um paciente masculino jovem referindo nédulo no
brago esquerdo. A angiorressonancia magnética do membro mostrou lesdo cistica em contato com a veia basilica,
com conteido homogéneo e sem realce pos-contraste. Foi realizada ressecgdo da lesdo em bloco com o segmento
venoso envolvido. O estudo anatomopatolégico foi sugestivo de cisto de adventicia de veia basilica.
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Abstract

Cystic adventitial disease is a rare entity that most often involves the popliteal artery. It rarely occurs in veins. Its etiology
is unknown. Clinically, it presents with ischemia, thrombosis or pain, depending on the vessel affected. Here we
present the case of a young male with a nodule in the left arm. Magnetic resonance angiography showed a cystic
lesion in contact with the basilic vein, with homogenous content without post-contrast enhancement. The lesion
was resected en bloc together with the venous segment involved. The results of microscopic analysis were suggestive
of basilic vein cystic adventitial disease.
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Doenga cistica adventicia na veia basilica

INTRODUGAO

A doenga cistica da adventicia é uma entidade rara'
que se caracteriza por degeneragdo cistica da camada
adventicia, com presenca de conteudo mucoide®>.
A maioria dos relatos na literatura descreve casos em
artérias*®. Em veias, a doenga cistica da adventicia
¢ extremamente rara'. Nao encontramos relatos de
casos de doenga cistica da adventicia em veias do
membro superior. O objetivo deste artigo ¢ relatar
um caso raro de doenga cistica da adventicia em
veia basilica tratado com sucesso por ressec¢ao da
lesdo em bloco com segmento venoso acometido.
O paciente autorizou a publicagido do caso por meio
de termo de consentimento informado.

DESCRICAO DO CASO

Paciente masculino, 34 anos, branco, relatava
abaulamento na face medial do brago esquerdo com
dois anos de evolugdo. Procurou assisténcia em
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servico de assisténcia primaria, onde foi levantada
a hipdtese de lipoma de tecido celular subcutaneo e
realizada tentativa de ressecgdo sob anestesia local.
Durante o procedimento, foi observada intima relagdo
da lesdo com a veia basilica. Optou-se entdo por
abortar o procedimento e encaminhar o paciente ao
nosso servigo. Na consulta inicial, referia dor local.
Ao exame fisico, apresentava nodulo bem delimitado
de consisténcia fibroelastica de aproximadamente
2,5 x 3,0 cm na face medial do brago esquerdo,
com dor leve a palpagdo e sem sinais flogisticos
(Figura la). Apresentava cicatriz da incisdo prévia
com bom aspecto. Realizamos a investigagdo com
angiorressonancia magnética do membro superior, que
evidenciou lesdo cistica em contato com a parede da
veia basilica, causando compressao do vaso. A lesao
tinha paredes lisas, contetido homogéneo e sem realce
pos-contraste (Figura 2). Nao havia trombose da veia
basilica, € as demais veias do membro estavam bem
contrastadas.

Figura 1.Imagens mostrando aspecto pré-operatério (a); lesdo cistica dissecada e firmemente aderida a veia basilica, que foi reparada
com fios de algoddo (b); lesdo ressecada (c) e lesdo seccionada evidenciando seu contetido (d).
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Figura 2. Angiorressondncia magnética do membro superior esquerdo evidenciando lesdo cistica de paredes lisas e contetido
homogéneo (setas brancas) adjacente e em contato com a parede da veia basilica (setas pretas), em cortes axial T1 (a), axial T2 (b),
coronal T1 (c) e coronal T2 (d). As imagens obtidas ap6s a administragdo de contraste em cortes coronal T1(c) e axial T1 (e) ndo
mostraram realce da leséo.

) Vasc Bras. 2016 Jul-Set; 15(3):245-249 247



Doenga cistica adventicia na veia basilica

O paciente foi submetido a abordagem cirargica com
disseccdo da lesdo e controle da veia basilica. O cisto
apresentava pouca aderéncia aos planos adjacentes e
estava intimamente relacionado a veia basilica, sem
plano de clivagem entre a lesdo e a veia (Figura 1b).
Optou-se pela ressecgdo da lesdo juntamente com o
seguimento de veia basilica envolvido. Os cotos da veia
basilica foram tratados com ligadura simples. O estudo
anatomopatoldgico macroscopico evidenciou cisto de
paredes finas, formado por tecido conjuntivo denso
e preenchido por material coloide (Figuras 2c¢ e 2d).
A analise microscopica revelou contetido paucicelular
formado por fibroblastos maduros e sem atipias, fibras
frouxas de tecido conjuntivo e capilares esparsos.
Esses achados confirmaram a hipétese de cisto de
camada adventicia da veia basilica. O paciente evolui
sem queixas e complicagdes.

DISCUSSAO

A doenga cistica da adventicia é uma entidade
rara e de etiologia desconhecida'. Quatro teorias
tentam explicar sua origem: teoria ganglionar (células
sinoviais implantadas na adventicia), teoria traumatica
(degeneragdo devido a traumas locais), teoria do
desenvolvimento (implantes durante embriogénese)
e teoria da doenga sistémica (secundaria a doenga
sistémica do tecido conjuntivo)"°. A maioria dos relatos
na literatura descreve casos em artérias*. Em veias, a
doenga cistica da adventicia é extremamente rara®’.
Francis et al. descreveram trés casos envolvendo veias
daregido iliaco-femoral, onde ela ¢ mais comumente
encontrada®. Numa revisao recente de Desy & Spinner,
nenhum relato de caso dessa condi¢do foi descrito
em veias dos membros superiores'. Devido a essa
raridade, sua suspeita clinica ¢ geralmente tardia.

A apresentacdo clinica dessa condigdo é variavel e
depende do territorio acometido®'%. Em artérias, ela
pode se manifestar clinicamente como um quadro
de isquemia de membro ou dor por compressao
local®. Em veias, manifesta-se como dor local ou
trombose venosa’. Como no presente caso, pode ser
confundida com causas mais comuns de nédulos no
tecido subcutaneo, como lipoma, adenomegalia, cisto
sebaceo e fibroma'. A suspeita diagnostica da doenca
cistica da adventicia em veias deve ser considerada
em lesdes nodulares na topografia de trajetos venosos.
A confirmacao diagndstica geralmente requer um
exame de imagem. A ultrassonografia, devido ao baixo
custo, alta disponibilidade e ndo necessidade de uso
de contraste injetavel, ¢ geralmente o primeiro exame
a ser realizado. A lesdo aparece como nédulo bem
definido, de contetido anecoide. A angiotomografia
computadorizada permite adequada visualizagdo da
lesdo, mas tem alto custo, necessita de inje¢do de
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contraste e emite radiagdo ionizante. A angiorressonancia
magnética € o estudo que demonstra melhor definigdo
dos planos anatomicos, ajuda no planejamento
cirargico e permite diagndstico diferencial com cisto
articular'. No entanto, também apresenta alto custo e
requer infusdo de gadolinio como meio de contraste.
No presente caso, optamos pela angiorressonancia
magnética devido as vantagens acima descritas.

As opgdes de tratamento incluem seguimento
clinico, aspiragdo percutanea guiada por imagem,
angioplastia com e sem stent, ressec¢ao simples do
cisto e ressecgao do cisto com reconstrugéo vascular':'4,
Em revisao recente, Desy & Spinner descreveram
que a modalidade terapéutica mais utilizada é a
resseccao da lesdo, com ou sem ressecgdo em bloco
de vaso acometido'. Descreveram também que apos a
resseccao, deve ser avaliada a necessidade de realizar
reconstrugdo vascular com veia autéloga ou material
sintético. No presente caso, como o paciente apresentava
sintomas de compressao local, foi proposta a ressec¢ao
da les@o. Durante o procedimento, foi observado
que os planos anatdmicos se apresentavam bem
definidos, possibilitando a dissec¢do sem dificuldade.
No entanto, devido a sua intima relagdo com a veia
basilica, ndo foi possivel a ressec¢do individual do
cisto. Como o paciente apresentava perviedade do
sistema venoso superficial e profundo no membro,
optamos pela ressec¢do em bloco, juntamente com
a veia basilica. Como hé geralmente grande reserva
funcional na drenagem venosa do membro superior, a
veia basilica pode ser ressecada sem causar sequelas.
Outra modalidade terapéutica descrita ¢ a aspiragdo
do conteudo do cisto guiada por ultrassonografia'®.
Esse método terapéutico tem a vantagem de ser
menos invasivo, mas nao se aplica a todos os casos.
O contetdo do cisto ¢ geralmente espesso ¢ nem
sempre pode ser aspirado com agulha'®. O tratamento
endovascular ndo tem se mostrado efetivo nessa
afeccdo'”, e ndo encontramos relatos dessa modalidade
de tratamento em veias.

CONCLUSAO

A doenga cistica da adventicia na veia basilica é
uma condig@o rara que se apresenta como nodulo
na regido medial do brago. Deve ser considerada no
diagnostico diferencial de lesdes nodulares nessa
regido. A ressec¢do da lesdo em bloco, juntamente
com a veia basilica, apresentou bom resultado.
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Basilic vein cystic adventitial disease: case report

Doenga cistica da adventicia na veia basilica: relato de caso

Rafael Sampaio Vasconcelos', Cesar Augusto Cherubim Filho', Felipe Mavignier Pereira Franga',
Eduardo de Lucca Dallacqua’, Marcelo Bellini Dalio', Edwaldo Edner Joviliano'

Abstract

Cystic adventitial disease is a rare entity that most often involves the popliteal artery. It rarely occurs in veins. Its etiology
is unknown. Clinically, it presents with ischemia, thrombosis or pain, depending on the vessel affected. Here we
present the case of a young male with a nodule in the left arm. Magnetic resonance angiography showed a cystic
lesion in contact with the basilic vein, with homogenous content without post-contrast enhancement. The lesion
was resected en bloc together with the venous segment involved. The results of microscopic analysis were suggestive
of basilic vein cystic adventitial disease.

Keywords: cystic adventitial disease; basilic vein; magnetic resonance angiography.

Resumo

A doenca cistica da adventicia é uma entidade rara que acomete principalmente a artéria poplitea. A ocorréncia
em veias é muito rara, e sua etiologia é desconhecida. Clinicamente, apresenta-se como isquemia, trombose ou dor
a depender do territdrio acometido. Apresentamos o caso de um paciente masculino jovem referindo nédulo no
brago esquerdo. A angiorressonancia magnética do membro mostrou lesdo cistica em contato com a veia basilica,
com contelido homogéneo e sem realce pos-contraste. Foi realizada resseccdo da lesio em bloco com o segmento
venoso envolvido. O estudo anatomopatolégico foi sugestivo de cisto de adventicia de veia basilica.
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"Universidade de Sao Paulo — USP, Faculdade de Medicina de Ribeirdo Preto, Hospital das Clinicas, Departamento de Cirurgia e Anatomia, Divisao de Cirurgia
Vascular e Endovascular, Ribeirdo Preto, SP, Brazil.

Financial support: This study was partially funded by Fundagao FAEPA.

Conflicts of interest: No conflicts of interest declared concerning the publication of this article.

Submitted: May 06, 2016. Accepted: June 25, 2016.

The study was carried out at Divisdo de Cirurgia Vascular e Endovascular, Departamento de Cirurgia e Anatomia, Hospital das Clinicas, Faculdade de Medicina
de Ribeirdo Preto, Universidade de Sdo Paulo (USP), Ribeirdo Preto, SP, Brazil.

htep://dx.doi.org/10.1590/1677-5449.0026 16 J Vasc Bras. 2016 July-Sept; 15(3):245-249 245



Cystic adventitial disease of the basilic vein

INTRODUCTION

Cystic adventitial disease is a rare entity' that is
characterized by cystic degeneration of the adventitial
layer, with mucoid cystic contents.>* The majority of
reports in the literature describe cases in arteries.*”
Cystic adventitial disease of veins is extremely
rare.! We were unable to locate any reports of cases
of cystic adventitial disease involving veins of the
upper limbs. The objective of this article is to report
on a rare case of cystic adventitial disease of the
basilic vein that was successfully treated by resection
en bloc together with the segment of vein involved.
The patient authorized publication of the case via
signature of an Informed Consent Form.

CASE DESCRIPTION

A 34-year-old, white, male patient presented
complaining of swelling on the medial surface of
his left arm with onset 2 years previously. He sought
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care at a primary care service, which raised a
hypothesis of subcutaneous tissue lipoma and made
an attempt at resection under local anesthesia. During
the procedure, it was observed that the lesion was
intimately related to the basilic vein and the decision
was taken to abort the attempt and refer the patient
to our vascular service. At the initial consultation
the patient complained of localized pain. A physical
examination detected a well-defined nodule with
fibroeleastic consistency on the medial surface of
the left arm, measuring approximately 2.5 x 3.0 cm,
provoking mild pain on palpation and with no signs
of inflammation (Figure 1a). The wound left by the
prior incision was visible and had a satisfactory
appearance. We conducted an investigation using
magnetic resonance angiography of the upper limb,
which showed a cystic lesion in contact with the wall
of'the basilic vein, causing compression of the vessel.
The lesion was smooth-walled, with homogenous
content and was not highlighted after administration
of contrast (Figure 2). There was no thrombosis of

Figure 1. Images showing the preoperative appearance (a); the cystic lesion dissected and firmly adhering to the basilic vein, which
was repaired with cotton thread (b); the resected lesion (c); and the lesion sectioned, showing its content (d).
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Figure 2. Magnetic resonance angiography of the left upper limb showing a cystic lesion with smooth walls and homogenous
content (white arrows) adjacent to and in contact with the wall of the basilic vein (black arrows), in T1 axial (a), T2 axial (b),
T1 coronal (c), and T2 coronal (d) views. Images acquired after administration of contrast, in T1 coronal (c) and T1 axial (e) views
did not show contrast highlighting the lesion.
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the basilic vein and the other veins in the limb were
clearly visible with contrast.

The patient was treated surgically, with dissection
of the lesion and control of the basilic vein. The cyst
did not exhibit significant adherence to the adjacent
tissue layers, but was intimately related to the basilic
vein, with no plane of cleavage between the lesion
and the vein (Figure 1b). It was decided to resect
the lesion together with the segment of the basilic
vein that was involved. The stumps of the basilic
vein were treated with simple ligature. Macroscopic
anatomopathological examination revealed a cyst
with thin walls formed by dense connective tissue
and filled with colloid material (Figures 2¢ and 2d).
A microscopic analysis revealed contents with sparse
distribution of cells, consisting of mature fibroblasts
free from atypia, loose connective tissue fibers and
sparse capillaries. These findings confirmed the
hypothesis of a cyst of the adventitial layer of the
basilic vein. The patient recovered with no complaints
or complications.

DISCUSSION

Cystic adventitial disease is a rare entity of
unknown etiology.' Four theories have been proposed
in attempts to explain its origins: the ganglion theory
(synovial cells implanted in the adventitial layer),
the traumatic theory (degeneration caused by local
traumas), the developmental theory (implants occur
during embryogenesis), and the systemic disease theory
(secondary to systemic connective tissue disease).!
The majority of the reports in the literature describe
cases in arteries.* Cystic adventitial disease involving
veins is extremely rare.®’ Francis et al. described three
cases involving veins in the iliofemoral region, where
the condition is most commonly found.® A recent
review by Desy & Spinner did not include any case
reports in which this condition was described in veins
of the upper limbs.! This degree of rarity means that
clinical suspicion is generally late.

The condition’s clinical presentation varies depending
on the territory involved.’'? In arteries, it may manifest
clinically with ischemia of a limb or pain caused by
localized compression.!® In veins, it manifests as
local pain or venous thrombosis.” As happened in the
case described here, it may be confused with more
common causes of nodules in subcutaneous tissues,
such as lipomas, adenomegaly, sebaceous cysts, and
fibromas.! Diagnostic suspicion of cystic adventitial
disease in veins should by aroused when nodular
lesions are found along the paths of veins. Diagnostic
confirmation will generally require an imaging exam.

248 | Vasc Bras. 2016 July-Sept; 15(3):245-249

In view of the low cost, wide availability and no need
for injected contrast, ultrasonography is generally
the first examination used. The lesion will appear
as a well-defined nodule, with anechoic content.
Computed tomography angiography offers adequate
visualization of the lesion, but is expensive, requires
injection of contrast and emits ionizing radiation.
Magnetic resonance angiography is an examination
that offers better definition of anatomic planes,
facilitates surgical planning and enables differential
diagnosis to rule out articular cysts.! However, it is
also expensive and requires infusion of gadolinium
as a contrast medium. In the case described here, we
used magnetic resonance angiography because of the
advantages mentioned above.

Treatment options include clinical follow-up,
percutaneous aspiration guided by imaging, angioplasty,
with and without stents, simple resection of the cyst and
resection of the cyst with vascular reconstruction.!':'#
In their recent review, Desy & Spinner stated that
the most common treatment approach is resection of
the lesion, with or without resection en bloc with the
vessel involved.! They also stated that after resection,
the need for vascular reconstruction with autologous
vein or synthetic material should be evaluated. Since
the patient in the present case exhibited symptoms
of localized compression, resection of the lesion was
proposed. During the procedure it was found that the
anatomic planes were well-defined, making dissection
possible without difficulty. However, because of the
cyst’s intimate relation with the basilic vein, it was
not possible to resect it without affecting the vein.
Since the patient’s superficial and deep vein systems
were patent, we opted for resection en bloc with
the basilic vein. There is generally a considerable
functional reserve of venous drainage in the upper
limb and so the basilic vein can be resected without
causing sequelae. Another treatment method that
has been described is aspiration of the content of the
cyst under ultrasonographic guidance.' This method
offers the advantage of being less invasive, but is
not applicable to all cases. The content of the cyst
is generally viscous and cannot always be aspirated
with a needle.'® Endovascular treatment has not
proven effective with this condition,'” and we did not
find reports of this treatment method for adventitial
cysts of veins.

CONCLUSIONS

Cystic adventitial disease of the basilic vein is a rare
condition that presents as a nodule in the medial part
of the arm. It should be considered when conducting



differential diagnosis of nodular lesions in this region.
Resection of the lesion en bloc with the basilic vein
segment involved produced good results.
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