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Abstract We report a 34-year-old woman who developed
primary antiphospholipid antibody syndrome (APS) pre-
senting with dysfunctional uterine bleeding and cerebral
infarction. Antiphospholipid antibody syndrome presenting
with bleeding manifestations is rare. We should recognize
that APS may be associated with not only thrombosis but
also bleeding.
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Introduction

Antiphospholipid antibody syndrome (APS) is character-
ized by recurrent arterial or venous thrombosis, or fetal
loss, in association with antibodies against plasma proteins,
which may be bound to anionic phospholipids. However,
APS presenting with bleeding manifestations is rare. In this
case report, we describe a patient with primary APS pre-
senting with dysfunctional uterine bleeding and cerebral
infarction.

Case report

A 34-year-old woman was admitted to our hospital on May
27,2004 because of massive genital bleeding and right hemi-
paresis. She had been treated for primary APS diagnosed
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on the basis of Sapporo criteria with low-dose aspirin since
sustaining a cerebral infarction 2 years earlier. Genital
bleeding episodes other than menstruation had been repeti-
tive since the beginning of 2004, and she was taking oral
contraceptives.

On admission, her body temperature was 36.1°C, pulse
rate 70 beats/min, blood pressure 96/60 mmHg, and respira-
tion rate 24/min. Genital bleeding and anemia were appar-
ent. Neurological examination found mild dysarthria and
right hemiparesis. There were no abnormalities suggestive
of systemic lupus erythematosus; specifically, there was no
rash, no oral ulcer, and no arthritis. Laboratory studies
showed the following values: white blood cell count, 4400/
mm’ (lymphocyte fraction = 39.0%); hemoglobin, 8.5 g/dl;
platelets, 16.8 x 10*/mm’. Prothrombin time and activated
partial thromboplastin time were normal. Platelet aggluti-
nation test demonstrated normal platelet function despite
taking low-dose aspirin. C-reactive protein level was 0.1 mg/
dl and erythrocyte sedimentation rate was 10mm/h.
Antinuclear antibody was positive at a titer of 1:20. Anti-
dsDNA antibody, anti-Sm antibody, anti-U1-RNP anti-
body, anti-SS-A /Ro antibody, and anti-SS-B/La antibody
were all negative. Diluted Russell viper venom test ratio
was 1.38 (normal reference, <1.3). The serum level of anti-
B2-glycoprotein I antibody was 125 U/ml (normal reference
titer, <3.5), and that of anticardiolipin IgG antibody was
48 U/ml (normal reference titer, <10). Estradiol, progester-
one, prolactin, luteinizing hormone, and follicle-stimulating
hormone were normal. Histologically, the endometrium
was normal. This suggested that the massive genital bleed-
ing was due to dysfunctional uterine bleeding. Magnetic
resonance imaging of the brain on admission showed high
signal intensities in the subcortex of the left parietal lobe
on diffusion weighted imaging, and magnetic resonance an-
giography demonstrated the stenosis of left middle cerebral
artery (Fig. 1a,b). These were compatible with cerebral in-
farction relapse. Dilation and evacuation of the uterus was
performed immediately after admission and the genital
bleeding disappeared. She stopped taking oral contracep-
tives following cerebral infarction relapse and was adminis-
tered anticoagulant therapy carefully. Right hemiparesis
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Fig. 1. a Magnetic resonance
imaging of the brain on
admission showed high-signal
intensities in the subcortex of
the left parietal lobe on
diffusion weighted imaging.

b magnetic resonance
angiography demonstrated
stenosis of the left middle
cerebral artery (arrow)

and dysarthria improved gradually. She was discharged with
slight neurologic sequelae.

Discussion

Antiphospholipid antibody syndrome is characterized by
antibodies directed against either phospholipids or plasma
proteins bound to anionic phospholipids. Patients with APS
may display a constellation of clinical features including
venous and arterial thrombosis, recurrent fetal losses, and
thrombocytopenia. The reports of APS presenting with
bleeding manifestations are rare. Adrenal insufficiency sec-
ondary to adrenal hemorrhage,' alveolar hemorrhage due
to pulmonary capillaritis and microvascular thrombosis,”
Lupus anticoagulant-hypoprothrombinemia syndrome as-
sociated with antiprothrombin antibody,’ and complications
of anticoagulant therapy’ have been reported to show
bleeding manifestations associated with APS.

In this case, a primary APS patient developed dysfunc-
tional uterine bleeding and cerebral infarction at almost the
same time. We considered that cerebral infarction was in-
duced by APS, stenosis of left middle cerebral artery, hy-
povolemia due to massive bleeding, and oral contraceptive
use.

The patient had taken low-dose aspirin, but platelet ag-
glutination test demonstrated normal platelet function on

admission. We considered the possibility of dysfunctional
uterine bleeding associated with APS, because some cases
showing bleeding manifestations associated with APS have
been reported, although rarely.

In conclusion, we reported a case of primary APS pre-
senting with dysfunctional uterine bleeding and cerebral
infarction. It is suggested that APS may be associated with
not only thrombosis but also bleeding. It is necessary to ac-
cumulate further cases to define the association character-
istics of these diseases.
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