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#= 1 Laboratory Data on Admission
Complete blood count Blood chemistry
WBC 6,280/l TP 6.0g/dl
RBC 297X104/u1  Alb 3.1g/dl
Hb 9.1g/ul  T-Bil 0.54mg/d!
Ht 28.0% AST 17mU/ml
Plt 2.0X104/ 1 ALT 13mU/ml
ESR 9mm/hr LDH 154mU/ml
ALP 159mU/ml
Coagulation tests BUN 10mg/dl
PT 13.6sec  Cr 0.50mg/dl
APTT 54.3sec T-cho 117mg/dl
Fibrinogen 158mg/dl TG 57mg/dl
FDP 74.3ug/ml CRP 3.89mg/dl
D-dimar 30.1xg/ml
TAT 17.7ng/ml Arterial blood gas (room air)
AT-II 829% pH 7.43
PPIC 6.2pg/ml PaCoO2 38.8mmHg
Pa02 77.8mmHg
Tumor markers HCO3 25.7mmol/1
CEA 0.6ng/ml BE 2.1mmol/1
CA19-9 4.4U/ml Sa02 95.8%

FDP : fibrin/fibrinogen degradation product, TAT : thrombin anti-thrombin complex,
AT-I © antithrombin III, PPIC . plasmin-a,—plasmin inhibitor complex
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A case of lymphangiomatosis of the mediastinum, pleura
and retroperitoneum with severe intestinal
~ bleeding for a long period

Manabu Motomura*!, Shinichiro Koyama*?, Toshihiro Onaka*?,
Ryou Okano*!, Junji Nishida*?, Takashi Hyoudo*!,
Shigeki Yamada**

Abstract

A 24-year-old man was admitted to our hospital with the chief complaints of shortness of breath,
bloody sputum and melena. Laboratory studies on admission revealed disseminated intravascular
coagulation (DIC). Endoscopic examination of the upper gastrointestinal tract and the colon showed
diffuse mucosal bleeding. A computed tomography (CT) scan of the chest revealed a large mediastinal
mass with fatty attenuation. The mass involved surrounding structures including the great vessels,
large airways, and heart. The chest CT scan also demonstrated the thickness of bronchovascular
bundles. At the age of 13, he had been diagnosed as having primary chylopericardium, and underwent
an operation for pericardial windows and a thoracic duct ligation. We had reexamined the specimens
of his pericardium that had been resected at the age of 13. This pathological diagnosis had revealed
lymphangioma. In addition to these histopathological findings, a diagnosis of lymphangiomatosis was
made based on the extent of the lesions as assessed by roentogenographic studies and his clinical course.
Despite any treatment (e.g. radiation therapy, thalidomide) his symptoms had progressively deteriorat-
ed. He was finally diagnosed with lymphangiomatosis of the mediastinum, left pleura and retroper-
itoneum on postmortem examination. In this paper we report a very rare case of lymphangiomatosis

with respiratory failure and severe intestinal bleeding.
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