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Abstract

Due to the uniqueness of hemangiolymphangioma, only a few instances have been recorded in the literature thus far. We describe
a rare case of hemangiolymphangioma in a 4-month-old female with clinical, biological, and radiologic features suggestive of
malignancy. To our knowledge, our patient is the first reported case with hemangiolymphangioma of the liver. Histopathologic

examination of surgical specimens confirmed a diagnosis of hemangiolymphangioma.
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Introduction

Hemangiolymphangioma is an uncommon type of benign tumor that is mainly composed of dilated lymphatic and blood
capillaries [1]. In the majority of instances, the tumor is thought to represent a congenital vascular abnormality. Obstruction of
the venolymphatic connection between dysembrioplastic vascular tissue and the systemic circulation may lead to

Hemangiolymphangioma development [2].

Case Report
A 4-month-old female infant presented to the emergency room with increase abdominal volume without transit disorders.
Physical examination finds a tonic, reactive, and apyretic infant with a distended and sensitive abdomen with collateral venous

circulation.

Sonographic examination of the abdomen, which was performed using a 5SMHz multifrequency convex-array transducer
revealed enormous hepatic well-defined homogeneous cystic mass, with multiple septa. Color Doppler sonography revealed low

internal vascularity.
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Computed tomography (CT) demonstrated a well-defined cystic mass with no enhancement following contrast agent injection
(Figure 1). Blood laboratory testing revealed a slightly elevated AFP (Alpha-fetoprotein), and the diagnosis of atypic
hepatoblastoma or hamartoma was suspected, and the infant was treated for atypic hepatoblastoma with no regression of the
mass and a stationary AFP after 3 cures of chemotherapy.

Excision of the lesion was carried out under general anaesthesia. Complete wide excision and primary closure of the surgical
site with double layer suture technique was done (Figure 1 b).

Figure 1: Axial (A and B): and coronal. (C): Computed tomography image of the abdomen shows a well-defined

cystic mass with no enhancement following contrast agent injection with thins enhancing septas (White arrow).

Specimen obtained was soft inconsistency and bluish in colour (Figure 2) and the histopathologic examination confirmed the
diagnosis of hemangiolymphangioma.

The patient experienced no complications post-operatively. After 6 months of follow-up, she had no complications or recurrence.

Figure 2: Surgical resected brownish mass compatible with Hemangiolymphangioma of the liver.
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Discussion

Hemangiolymphangioma (HLA) is a lymphatic and blood vascular abnormality. While a HLA is a benign tumor, it differs from
a simple lymphangioma or hemangioma in its predisposition to infiltrate the surrounding and adjacent tissues. The
pathophysiology of this condition is unknown and unclear. It can occur at any site in the organism, including the digestive tract,
internal viscera (pancreas and spleen), chest wall, mediastinum, extremities, head, neck, and reproductive organs, but to our
knowledge, our case is the first to report the liver as localization.

Most HLAs are discovered at birth or early in a child's life, generally before the age of two. Females are three to five times more
likely to develop these lesions [4], and we have also reported a female patient of 4-month-old with HLA.

HLA can present clinically as either a slow-growing cyst that grows over time or as an aggressive swelling tumor with no
invasive capabilities. Their size varies depending on their anatomical location and proximity to surrounding tissues [5]. Deeper
cystic or solid-cystic lesions are defined as soft, diffuse masses of normal color, The cystic portion might be generated by
vascular cavity rupture and fusion, whereas the solid portion could be remaining and depressed of the vascular tissue. The raised
nodules of pink or yellowish color characterize superficial lesions. Typically, there is a plaque composed of microscopic vesicles
with thin walls that are transparent like frog eggs [4]. Histologically, HLAs are composed of thick fibrous tissue that develops
in bands between several vascular gaps and infiltrates the subcutaneous fat. Some of them are blood vessels, while others are
lymphatic.

Although HLA is a benign condition, recurrence and infiltration of surrounding tissues have been recorded [6].

A complete surgical resection is considered the most efficient therapy for HLA, and the vascular component can be a major
cause of bleeding therefor, it should be carried out with care to prevent potential haemorrhage [5]. Other methods available

include drainage, cryotherapy, sclerotic agent injection, and radiotherapy however none of them produced satisfactory outcomes.

Conclusion
Despite advanced imaging techniques, a reliable diagnosis cannot typically be confirmed preoperatively and remains a difficulty.
We present a very rare case of HLA in the liver that was treated surgically with a satisfactory clinical outcome. Although HLA

is usually a benign tumor, local expansion and invasion of adjacent tissues increase the severity of the prognosis.
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