H It

9 (5). 2020 365

BEREIR TREE U720 > /) JERR A ZFIERE o 1451

oo WA B

KA FIBE R

for EE ke
wb i i

BE EFIII66mKIE. 4FRIDRZ T, WHBXRER2HH I BECT TELRRRAR L/ ERRE
DREE, F&H < 7O7 ) MEFRBO SN FBPICEREREIL P> 1P, MREIHRLIC
HWEL. [EXMKSETE, 69% %50 5HEMRIASh . ARNMERT, BREEEEZMHES Y
ZINERDIETE, FRBEOHIEEMEREADY 2 /NEKRE, RERE TRREBICEBER1BMDY > /\K%E
HMRL, VNERAFEECLHL - SR FaETHISEREREZL TV 3P, REREOEE

dH5 Nk,

X—TJ—K: U CNEBREFEE, S4H>~vJ07JY CMmfE, Epstein-Barry 1 IV
Pulmonary lymphomatoid granulomatosis, Hypergammaglobulinemia, Epstein-Barr virus (EBV)

*

Y VSRR FEIERE (lymphomatoid granulomatosis :
LYG) &, Epstein-Barr 7 A VA (EBV) &4z kL
3% BMIFEEY v osBEMER B TH BV, LYGIE, 13&
A & DIEBNZ G R T8 & D IEIF B 2 HEREIRD D
%Y. SNk AE, HEERD &L 2L, WE X &
WA y=ru7) YIECTHER SN, SERIMIARCH
Wr SN2 LYG D 1Bl & fEER L 72D THET 5.

£ #l

i

B 66, KL

TR IS TR R 5 2 R4

BEARJEE © i £l 2.

PIRRZE 72 L.

BAREE - FRIME - 2 L.

BUWIEE © 20XX AE MRS TR X BB 2 EM S 1
727z, UL HIREE R S L. Bk, Pk
TR A EERIZ 4 Ao 7. IR I X MG T
(&, WIS ) T A LM & (Fig. 1A),
Wik CT T IR R & /N E M REE O ILE 2 52072 (Fig.

WA I

T 948-0065 ik b H W] Tl &5 Y 3-32-9

A PR I B TSR BT R

b A A TR B B - e PR

(E-mail: yoshi.414.nao@gmail.com)

(Received 14 Apr 2020/ Accepted 16 Jun 2020)

2A). MEEEHERIE R h o 7248, PSSR L
THROBEIZE N7z, 20XX +34EDOMZ THILZ IR S
7etzd, MEEIEFEEIMEANFIEMZ 22 L, —REMIC8k
HEHNRLTW ., $72, mAy~ru7) viE (IgG
4266mg/dL, IgA 667mg/dL, IgM 332mg/dL) % {5
SNT2DS, FEIRD T2 OREMBIZ L o 7. 20XX +4
H£3H, FERHEAM X ME R TEISRRE oK (Fig. 1B)
&, WECT TE R & /N B EE O IR o WAL
AR BNz (Fig 2B). HB>H 5 O&E il ki
(bronchoalveolar lavage fluid : BALF, % 87/150mL)
T, AR 1.6 x10°/mL, MlEsm <Y > 2 8k27.1%,
TEEMNIL69% & SEHT AR bNiz720, HED-D
SRR BEIR AR - RASENEH SRR L 7.

R R R - B 1466cm, AKRES00kg. IiE
147/78 mmHg, LA%81 Ml/4r, ARiR366T. FEEIZHE
I - F¥EZ L, R VoNEI R AT, GO - T
AR, BEHERICERZ L, MEEr R R
L, MNWETRL, HorREE2R0hho7 %
7o, AP CIE, BEOAME MEREAD LA, &
A r=rua7) sidE, sIL-2R, KL6®D LA #5807
(Table 1).
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Fig. 1 Chest X-ray findings. (A) At the first visit to our hospital four years earlier, chest X-ray
showed ground-glass opacities and nodular shadows in both middle and lower lung fields. (B) Mul-
tiple nodular shadows had exacerbated before the time of consultation at Uonuma Kikan Hospital.

Fig. 2 Chest CT findings. (A) At the first visit to our hospital four years earlier, chest CT showed
multiple infiltrative opacities and thickening of the interlobular septum. (B) Multiple infiltrative
opacities and thickening of the interlobular septum had progressed before the time of consulta-

tion at Uonuma Kikan Hospital. No hilar or mediastinal lymphadenopathy was observed.
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Laboratory findings before surgical lung biopsy

Table 1
Hematology

WBC 5,800 /uL

Neu 49.3 %

Lym 435 %

Mon 6.6 %

Eos 0.3 %

Bas 0.3 %
RBC 402 x 10" /uL
Hb 10.7 g/dL
Ht 35.1 %
Plt 31.7x10*/uL

Biochemistry

TP 9.6 g/dL
Alb 33g/dL
CK 51U/L
AST 14U/L
ALT 11U/L
LDH 118U/L
ALP 309U/L
v-GTP 11U/L
ChE 293U/L
UA 54mg/dL
BUN 16.7mg/dL
Cre 0.6mg/dL
Na 139 mmol/L
K 44 mmol/L
Cl 102 mmol/L
Ca 9.2mg/dL
1P 35mg/dL

Serology
CRP 1.8mg/dL
KL-6 614 U/mL
IgG 4,127 mg/dL
IgA 626 mg/dL
IgM 347mg/dL
CHso 49U/mL
sIL-2R 711 U/mL
ANA x40
MPO-ANCA (=)
PR3-ANCA (=)
EBV-EA-IgG x 80
EBV-EBNA x 160
EBV-VCA-IgG x 5,120

Urinalysis
Protein (=)
Glucose (=)
Occult blood (=)

Urine sediment
RBC 1-4 /HPF
WBC <1/HPF

EBV: Epstein-Barr virus, EA: early antigen, EBNA: EBV nuclear antigen,

VCA: virus capsid antigen.
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Fig. 3 Histological findings from surgical lung biopsy specimens. (A) Lymphocyte proliferation with alveolar architecture
destruction is observed but no necrosis. Lymphocyte proliferation is focal, involving follicle-like structures. Upper, hema-
toxylin-eosin (HE) staining, X 5; lower, Elastica van Gieson (EVG) staining, % 5. (B) Destruction of alveolar architecture, as
well as lymphocyte infiltration into the vessel wall, are shown, which could be regarded as polyangiitis. Upper, HE stain-
ing, X 10; lower, EVG staining, X 10. (C) Some EBER-1 positive lymphocytes (arrowheads) spotted in the lymphocytes be-
tween the follicles are found as well as various findings of lymphocyte proliferation and polyangiitis, leading to the diag-
nosis of lymphomatoid granulomatosis, Grade 1. Upper, HE staining, X5; lower, EBER-1 iz situ hybridization, X 10.

EBER: Epstein-Barr virus-encoded small RN As.
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Abstract
A case of asymptomatic pulmonary lymphomatoid granulomatosis

Yoshihisa Hori? Makoto Kurokawa?, Fumitoshi Yoshimine?
Kazumasa Ohashi®, Ryu Ito” and Toshinori TakadaP®
4Department of Respiratory Medicine, Niigata Prefectural Tokamachi Hospital
b Department of Respiratory Medicine and Infectious Diseases, Uonuma Kikan Hospital

A 66-year-old woman visited us with a chest X-ray abnormality at a medical checkup four years ago. Chest
CT demonstrated multiple infiltrates and thickened interlobular walls. She also had hypergammaglobulinemia.
Although she experienced no subjective symptoms, her lung lesions gradually worsened. In bronchoalveolar la-
vage, plasma cells accounted for 69% of the total cells. On surgical lung biopsy, a proliferation of lymphocytes
with follicle-like structures, disruption of alveolar architecture, and lymphocyte infiltration into the vessel wall
were observed. We also spotted EBER-1 positive lymphocytes between the follicles by immunostaining, which
led to her diagnosis of pulmonary lymphomatoid granulomatosis. The patient has shown no exacerbation for
about one year after diagnosis without specific treatment.



