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Abstract 
Cystic lymphangiomas are rare benign tumors. Most frequently occurring in children and involving the neck or axilla, these tumors are much less common in adults and very rarely involve the abdomen. The known congenital and acquired (traumatic) etiologies result in failure of the lymphatic channels and consequent proliferation of lymphatic spaces. This case report describes a very rare case of a giant mesenteric cystic lymphangioma in an adult male with no clear etiology and successful resolution by standard radical laparoscopic resection. A previously healthy 44-year-old male presented with a 6-wk history of progressive upper abdominal pain, vomiting, anorexia and unintentional weight loss accompanied by rapid abdominal distension. A palpable mass was detected upon physical examination of the distended abdomen and abdominal computed tomography scan showed a giant multilobulated cystic process, measuring 40 cm in diameter. Exploratory laparotomy revealed an enormous cystic mass containing 6 L of serous fluid. The process appeared to originate from the lesser omentum and the lesser curvature of the stomach. Radical resection of the tumor was performed along with a partial gastrectomy to address potential invasion into the adjacent tissues. Histological analysis confirmed the diagnosis of a multicystic lymphangioma. The postoperative recovery was uneventful and the patient was discharged after 6 d. At 3-mo follow-up, the patient was in good health with no signs of recurrence.
( 2013 Baishideng. All rights reserved.
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Core tip: A 44-year-old man presented with abdominal distension and unexplained weight loss. Computed tomography scan of the abdomen showed an enormous multilobulated cystic process. Subsequent exploratory laparotomy revealed a cystic mass containing 6 L serous fluid, originating from the lesser curvature of the stomach. Pathological examination of the resected specimen obtained by radical partial gastrectomy indicated multicystic lymphangioma, a rare benign tumor caused by congenital or traumatic defects of lymphatic channels. Although these large tumors can cause mass effect symptoms and result in serious complications, this case had an uneventful recovery and no complaints at 3-month follow-up. 
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INTRODUCTION
Cystic lymphangiomas are rare, slow-growing, benign tumors, originating from lymphatic channels[1]. Most frequently, these tumors are diagnosed in children (up to 90% manifest before the age of three[2,3]) and are generally localized to the neck or axilla (95% of cases); localization to the abdominal cavity is more common among the rare adult cases[4,5]. Regardless of age, clinical presentation is diverse, varying from complaints of mild nausea to acute abdominal pain, with mass effect accounting for the transition to a symptomatic state[6]. Diagnosis in asymptomatic cases has been made as a coincident finding during laparotomies to address other issues[12].
Here, we describe the case of a giant mesenteric cystic lymphangioma (GMCL) occurring in a middle-aged adult male, which was successfully treated with partial gastrectomy. At > 44 cm, this GMCL is the largest reported to date in the publicly available literature. 
CASE REPORT
A 44-year-old man presented to a local clinic with a roughly 6-wk history of progressive upper abdominal pain, vomiting, and anorexia. The patient also reported unintentional weight loss of at least 4 kg that was accompanied by a progressive distension of the abdomen. Upon referral to our center for further analysis, computed tomography (CT) was performed to evaluate the palpable abdominal mass detected by routine physical examination. The CT-scan showed a giant multilobulated cystic process, measuring at least 40 cm in diameter (Figure 1), with unclear origin. The differential diagnosis at that time contained cystic lymphangioma, duplication cyst, pancreatic cyst, gastro-intestinal stromal tumor and multicystic mesothelioma.
During this initial examination period, the patient could not tolerate any food and required continuous analgesic drug treatment to control severe abdominal pain. An exploratory laparotomy was performed and revealed an enormous lobulated mass at the midline incision (Figure 2). Near complete drainage of the mass (total of 6 L serous fluid) was required to gain access to the abdominal cavity. The tumor was then observed to originate from the lesser omentum and lesser curvature of the stomach. The left gastric artery and vein were found to be completely enveloped by the tumor, and were therefore dissected. Radical resection of the tumor along the minor curvature of the gastric antrum was carried out with a tri-stapler (Figure 3). 
The resected mass process, with some remaining fluid, measured 19 cm ( 17 cm ( 4 cm (Figure 4). Pathological analysis confirmed the diagnosis of multicystic lymphangioma attached to the serosal side of the stomach, and indicated no signs of malignancy. Diagnosis was based on dilated cystic structures (Figure 5), delineated with endothelial lining as proven by CD31-staining (Figure 6). Absence of red blood cells and presence of lymphoid tissue confirmed the diagnosis of lymphangioma. Postoperative recovery was uneventful and the patient was discharged 6 d later with complete relief of all prior symptoms. At 3-mo follow-up, the patient appeared in good health and had no complaints.
DISCUSSION
The precise etiology of cystic lymphangiomas remains to be fully elucidated, but involves acquired or congenital failure of lymphatic channels. While the latter may zmore childhood manifestations, the former is more likely associated with the adult manifestations, possibly related to inflammatory conditions or physical trauma such as created by surgical or radiation therapies[3]. These two etiologies are not mutually exclusive, and it is possible that a congenital impairment in communication between mesenchymal slits and the venous system may put a patient at greater risk of drainage blocking in response to trauma[10]. However, in the current adult case described herein, no precipitating cause could be identified. 
Mesenteric lymphangiomas are histologically distinct from mesenteric cysts. While mesenteric cysts originate from mesothelial tissue[11], lymphangiomas are composed of alternating lymphoid tissue, lymphatic space, and foam cells. Thus, the histological analysis of the resected mass from our patient provided a clear result for this differential diagnosis.
The presenting symptoms of the current case were in line with the characteristic mass effect symptomology of cystic lymphangiomas, including nausea, weight loss and abdominal distension. However, as the mass size reaches a critical threshold, and depending on its spatial orientation, more severe and life-threatening complications may occur, such as partial bowel obstruction, torsion, volvulus, perforation or rupture, and hemoperitoneum. In some cases, nerves are entrapped in the large mass, resulting in additional pain[13-15]. Therefore, immediate treatment is recommended upon diagnosis.
The treatment of choice is surgical resection, usually carried out by laparoscopy which has good safety and efficacy profiles[16-18]. The particularly enormous size of the cystic lymphangioma in our case further justified use of the laparotomy approach, since no free space was present in the abdomen. In addition, a radical resection (involving tissues of the related organ of origin) was performed to help reduce the risk of recurrence since these tumors, although benign, tend to invade adjacent structures[19].
In conclusion, this case report describes a rare adult case of cystic mesenteric lymphangioma. Despite being the largest tumor of its type reported to date, the standard surgical treatment of radical resection including a partial gastrectomy was able to rapidly and successfully resolve the condition. Cystic mesenteric lymphangioma should be considered as differential diagnosis when patients present with a multilobulated cystic tumor in the abdomen. Radical resection remains a sufficiently safe and effective treatment option for this type of benign tumor. 
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Figure 1 Abdominal computed tomography-scan revealing an enormous cystic process.
Figure 2 First view after midline incision.
Figure 3 Status after radical resection with partial gastrectomy. 
Figure 4 Resected cystic process with near complete fluid drainage.
Figure 5 Microscopic view of specimen, depicting various lymphatic spaces (hematoxylin-eosin stain, x100).
Figure 6 Endothelial lining of cysts (CD31 immunostain, x 400).
