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A Case of Angioedema of the Pharynx Requiring Tracheotomy

Kazutaka Nakayasu and Ryuji Ishikawa

(Hamamatsu University School of Medicine)

Yutaka Sasaki
(Numazu City Hospital)

Angioedema refers to edema of the deep dermis and subcutaneous tissues. Angioedema episodes may
be mediated by mast cells or bradykinin. The episodes could be idiopathic, in which the symptoms appear
without any evident triggers, or stimulus-induced, in which they are induced by a specific stimulus or load.

The condition is accompanied by superficial urticaria in some cases. On the other hand, stimulus-
induced angioedema is usually not accompanied by urticaria. Angioedema caused by bradykinin includes
hereditary angioedema, angioedema due to acquired C1-INH wasting or loss of function in the context of
blood disorders or autoantibodies, and drug-induced angioedema.

We report a case with recurrent angioedema that resulted in airway stenosis. Three unexplained
episodes of laryngeal edema occurred over a period of two years and two tracheotomies were performed.
During the third episode of laryngeal edema, nasal intubation was performed immediately after the onset.
Initially, we suspected hereditary angioedema, but there were no apparent abnormalities in blood or genetic
testing. The patient had stopped taking an angiotensin II receptor blocker three years ago, but has not had
any more attacks over the eight-year period since the last episode. Cases of angioedema of undiagnosed
cause should be followed up with caution. In cases of angioedema that progresses gradually on an hourly
basis, the airway should be secured, even if there are only mildly abnormal findings.
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L, BRROBSTHEMT 5 2 LS VIERDO—D
Thb TOFEMNISEFEEFTHDH, £ IFNEHER
WS TAEL, BEMICRET 2. LarL, —ifoRE
R PTIZZE58 1 £ 72 13RI AR U, B CIH RS 5.
DGR U BFRIEIE Y A4 Y iFEE W BFRT—
FLCHbn, BERAHTIED 2P TFHREIFRIERE L
THEINLZ ENDH -7z L LEE, IoidimsE
P7E (angioedema: AE) & Xi¥h, FEHNIXFEET
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TR TIE, MR ORI SESR e & 2T 2 e %D
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iE Bl

JEB] 60 %, .

FEFR ¢ T PR

BRET R - B & 147 em, {AH 72 kg, BMI 33.3.

WEAERE © We, SPHLENE (Faith), EERAHOEH
THRAE (2 4EHT).

PIIRSE © F VAN F .

FIEHE © BN RE O GEUAT).

e kB2 1SR, YRR 3 0TI &
MEgwASIR B L7z, M IZEE T L722s, SRR HH 25
I R e AS B L T 22 22 0K R B Bl 2 235 L,
SEMEIEZEROBW CUR 2 M2 Lz, SRBICER
7 <, FARUHE S X O IRk G AT RE T - 7.
F7:, SERCAGESZE G 2 TEALL, WHLEIMRA CTIREH D
T R 72 (K2). AVENNMETESR B X ORI E &
ZWMLT, ABDI 22704 FEHKEDSiERS %
o7z, ABEARERIRICR Y FH 4 FCHENHESTMR
AT L7 25, NHEEOFEOWEZ R 72720,
JRIPTRRIE T \ZSE Y Bl & fidT L 72 (I3).

ABERE o MM Tk, WBC 13,000/uL, CRP 0.1 mg/
dL, C3 106 mg/dL, C4 11 mg/dL & %8 s AT, C4
FIEH TRTH o7z F8L & OBRABIEIIRD 5o
7. Do AE LBl L7z #EIIAK3HH
POHEAICEEL, ABIOHHICh =2 —LEEEL
7o, RAEVIRILZMSAL, ABE17 HHICHERE 2572
Yk, 44k Ty A HFEEIEE L 22 AYE RO R IE % <,
HHEEZE LTwi.
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BRI OFEAED S 14 3 7 A1k, WHEHOERE 2 #o 72
72Xk & i Lz, WRLEERAS CIRIEER I ST 7 2
RO R0 7220, JRESEREBIS L Lz, BHOHR
B (5235 17 BRI #%) (PN BL L, HBefast
Rw iy Lie, SGERAEE R YEHCL,  hIREE A & WH
R TERFHEEZ R0 (M4) 720, R
BT IS IR & AT L 7. b EgICA T u A %
SRR L7278, IR IEEAT L7z, ABERE O MR T
S FECERE & FBRT, SHERHM CT T3 EksE %
72 (1X5). ABe7 HHIZ{IED S L7z h =2 —

2 WIIBEAERE O METE NS AT R
WEBHZE A & P 2L IR NE 2 5 72, FEalkid
B 7m0 7.

3 REFEERF O S G T R

H=a—Li, REOMREIIELGBT Vv A b
749 b (BLYAFAR) BHALLZ.



204 %z

'r'
AR

LEEEND

— F 2 T AR #i156

4 2 In] H FE VR O IS A SR HL
WL (A) k% (B) ICHFM iz D 7.
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VaikkL, ABe19 HHIGREE 257z
2WHDFREED 3 7 Atk (WB 146 7 Hik) OWMK
(ZIREH DA 2 FF 2 TS B as k2 2 L7z, B
BRIEF\IHEI S N dp o 7273, WBLEIRAT T AP S0k
I 2 B (X6). Bl ofEH 5 A AT
A ETHREINZ0, EIRIKEZ T, S T 12k
B2 T o7z AWRRMRICHENBSEREZ RifT L2k
25, WHMREHOFH W 2 (P 2 5l 72720, BB RIS
AED) ZEMEfTo 7, BHEIIRAICUEEL, Abi4
HHIZHKED ) 2, ABE9 HHIZEBEEE %o 72

WHE 2 R L 722 2 A, Rz 72 L

6 3 Il HZeA R O MEEH N BLEERT
TEN BRGNS HREE O N 2 oD 72

72D EMOREE GO THRFTSMITH - 72 3ERT &
DEIMECH LT YV 7 vy v I ZEREIE
(ARB) # ARL Tz, 7Yy IVF 75 vy il
(ACE) M3 (ACE-D) OMNREE 22 -7z EHEIZ
BWA ML AZE LAY Y — FORICHIELZ X721 T
Wk DZET, AMLALOMMEERA. 240
WCHRMWA ML ZAZIK LA TE T L OBICHIFIEAH
L7720 ENR % % LA KIEAHTH Y, %
PREEH cdEL T
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)= v IR (BiBYUELR ) TORFEIER L, miE
W JE S IgE % %2 IgE, Cl-inhibitor (C1-INH) & 1F
HHHNTH - 72, DEFNIBVTIE, KM KIET 5
I, KRR, CILINH IEHW & v EEHI S, @k
AE (hereditary angioedema: HAE) III # % 5t €D
Wi o 7z o 4 FE B NGB AR ISR >~ 7 — 12
G TR %2 M L 7275, CL-INH R 5t [E 5% 45 XII [N -1
B9 2@ IE T RE RO L o7z, HAE PR EN T
HotzZ L SHEFIMEAE 5\, ARBTH S TV A
Py ek L7z, EO%kiE 8 EMFMELR Rl L T
Wb ZEND, ARBIC X Z3AIME: AE LBl L 72,

E

7 A4 v 3L, 1882 4E1C Quincke” AY— ik A DO BR
JAPEZRE T 72 IR T AR 228 T8 5 AiRE & LT
WL LICHET 5. B, BETIREIONE &
WPEATUET HHEREE LT, JA< AE & XI5 580
EHFEICHHEING 2 LHE L, EREHEVD XD I3E
WIERR & o> T b, F 72, 1888 4F 121X Osler? 2%
AE O 7 > THRAZEZ R T b O % R R
(hereditary angio-neurotic cedema: HANE) & @544 L CHlt
VBRI FOHROMIEIZ L D, HANE i C1-INH O
HETTVF =V OEBIUEPEKRTH B Z &S H
Y, RS AR & v ) RBAHIEE S TR IR

147 E  (hereditary angioedema: HAE) 28 1F 3 72 9
Y ko2, 7B AE L, HAE, #% KM AE, ACE-I I
RFESNDHEAMAE, ZoMd AE (7 LV F—1%,
R, RN CAEEI N TS,

1) AE OJREE L RBZRHIZOWT

AE 1213, FHEWBOMMBIME-oTELL DL, M
HMTHELLDO0D 5. G TIEEE LB IZRIEAE
L5013 LT, AE TIEEE LA ORI TRIED
JEDS D % .

ERSAA RS54 2k be, AERERE LD AT 4
I—F—12k), A MIREx T+ -5 —i&H¥ AE
LTI TUFRZ VAN AE O ol 5 Y (FE ).
< A ML A 7 4 = — & =K AE 13 AE &R0 7
#E LD, TUVF =R AT 0 A FUEPURAESERHE AT
FEHRODHONRZ I END. A h = X LDEE &
B THEY, #RB 2 o CIREEEL A DD 5.
T/, BHUIHEIEL, B WIS, MERTEES Z
ENDDH. b, INLEHLRAYIVERATOAL N
HENEMTH. —HTT I VR VR AR 23
fotE, BRME, FEHAUODOLH Y, oD X9
A EAETHERB T v, BFE b EER VSR
KB NRL TV, 77 V%= VM AE Tld, &
RFRL EORNWOREE, HOMGEE, B OREIC R
RBLTREAXELLZ LD, Pl AY I VERAT

K1 AT IT—F =P 5RMETETFIED 5

<A M A 74 =5 — R 7T V¥ = VREE
IgE /1 IgE frfE7 L C1-INH &48 - #ErEpE C1-INH 1%
iR AN ASHH M HBRME PRV BRM:
HAE 1/II AAE HAE III SEH
(ACE-I)
Vx| ALK R IR C1-INH 47 FEgsE AR
XIRg 5 7 LV =R TAEY v L L %L
HWBE ORI |95, EWREE E /R
BFRTF 745
Fo—2p L
3RS O£ Zu =L
e 7 LIV ¥ — Ak (SR LT Aol A S LT Al A0 5 TR TR (SR
(B0 IgE MsE BT SR T I =R
ESRN R
Bk

HAE : szt M EFE (hereditary angioedema), AAE : % RVEMAEEFE (acquired angioedema), ACE-1: 7 ¥ I 4 7 v ¥ ViR
[#F %3, C1-INH : Cl-inhibitor
(Maurer et al. : Allergy 73: 1575-1596, 2018". X ) —#R%& 2% L CHIH)
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04 FR&ERNTH 5. FHEOFGERMIZ, ~ A M
fa x5 4 T —% —EKEAE 258 DL 4T L T
2B BINICEBT 2010 LT, 79 V= Vgl
Y AE CIXHEBFEFCTIZ2~5HM»2 5% 2B, 77
V¥ = VKM AE TIRRAERIZEIC X 2 IR %
9 BHEE AT WO,
RIEBITIREMRB 2L L3 <, IHMRTEICIR)F§
BRI, SOEHSEICE 572720, Kol & TR
NS T T VxRN AE % Bt TENZ W 2175 72
TIIVFRZ L, MENEOREZZEELTHY) 2
VA V-F = VRRMBEFE RO H A — FASIEHEAL S
N5\ CEEE SN LM 2 MEEBEWETH Y, 3
HWWETLD D, EATERSRIEICL>TTIVF
= U ASHIINS B & B 4R R A 9 E AT L
FHEEZAEL L. 79V F = VRN AE Z, CILINH®
HEORE, BIOBEETZEIBEREICRNENS.
CI-INH i&, #ifk%R, BEMAESR, F=ReimHibs
LoDt vy 7ruFT—PEMET LTI
S5ZEHIHEILTHY, CL-INH ORI T IZ X o THIAR,
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BEFRRER, F= U REHALL, ZoRREAER SNz
75 V% = VN E B E O TOHE R MASPLER, A
FMR 2 X2 L CRENEL 5.

AE (35 & BRAEIR 2> © Wi RECTH 5 2%, BIHIE
LWzl D. EEFTA FI54 212X 5 AE OB 7 v
TY X2 %K 7TIZRT. AEDOENICBWT, WED
PRI Z DO TEHETH S, FTHFEORKE %
DIRBHPIREE, AW, AMEOA R ERTER L, RS
DRBR TR, BB h E R EE RN 5. EH
W 29 BB id~ A MR A 7 1 =— % — RN AE
% ZTHNE 7 5 EANLEWORE R A D, WD
FEVEDS 40 e LA B CA U734 12 HAE T 5 Retk it
2, FAREOREIRZ A9 5 MiEE A 5 413 HAE
5D WEDH BT

%8B, AE OENZHIHARAILHTH L. Rk
W H ofifARAE (C3, C4, CH50, Clg, CI-INH ifith)
4w, HMA HAE T8 IIA) Tid CH50 & C4 28
FZEETT B0 2 ) —= v ZE LTHHTH B,
HAE O R¥-% 55 18 L TROJERIZEETERIC

LUTDEETMHERE .
ERMEDAE mwﬁi
BT MR (LR RE Cl"“”;ig*
AEDRIEENHD CH%LE
CLINHEME ¢ C1-INHE M J CI-INHEME EE
CI-INHEE* | Cl-INHEE* E&E/1 ’ Cl-INHEE* EE J
c4 b c4 b c4 E&E
BREICHERE
HAE-I EREHY  EE
RMEERSR |
RIEEREZEIED * W
~ B AL
. RIEEDHY or RIEEAL or
v V  EEFZEEYHY AGRFERHL
HBRMEAE HAE-I HAE-II . EBRIE
(CLINHDEE | RMEERE | (CLINHEH®) 7 7YF=VERMEAE
I2&BIET)  (ACE-12E DEHIME) |

7 MEMREOZE 7 VT X L
* HARTIEPRBRIGK

Z DD AE

OB XTI HTFR7 v VA RLF Y, TIRAI )= U ORE
C1-INH : Cl-inhibitor, HAE : @ =M #0E (hereditary angioedema), ACE-1: 7 ¥ V4 7 ¥ ¥ v linffifg 2 E 8k,

AE : 145 PE#E (angioedema)

(Maurer et al. : Allergy 73: 1575-1596, 2018". X V) —{# & % L CTzik)
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X% CI-INH oKt % TH 0, Fh7z HAE I ALZ
JER D —> & L CTHOR THERES XIL N7 DR RE i % &
T ERPREINTVEY, ZNOIREMIZIZTIY
FoUERILHESED. ZOWE, BROLVHEIRRIZT
RTIEHTH B

HAE 1%, CIl-INH OK4H & w i takE#EEnmEz 23 5
HAE [ B!, C1-INH OB & ¥Rt fELExE 2
35 HAE T B!, #fzPECeMics <, &g X1 W1
EIETREZETLIHAEM A pH IS, B,
HAE III #1&, ¥r4E13 HAE with normal Cl-inhibitor & X
I Twns,

HAE I #1 & T AN IEKEREA S O, CL-INH I PEASTE
WHOLEGUTIETT AL EHICC4 LIETT 5.
HAE ® 55121 C1-INH O & HE N ESLETH D,
F AR E BN I EE TRTIC X V179, HAE O #fsT
MRS RE 2 ME i 1E, HAMIKREZO R -2 R=
(http://square.umin.ac.jp/compl/) TR SN T 5. F72,
ARFRTIE 2011 47 & 0 S I I Bl s S 1k v
Ht s —IC XD BEBEEY AT ADPHE LT3,

% B, HAE IZIZIMEBIDHK 20%FA4ET 5720, Kk
FEA 2N T L THEEILTE . HAE 3A4M5G Rk #1H
ANV, WAERNA ML A, SIRHGALE 7 E12 X ) JEfE
WHEREND. WHEHFEZ A LR, EUICHEEIN
WIGEIIR 3HIAEAIC R D L ENTW S,

BRI AE T, PUESURRILZ £12 X ) CI-INH 28
WEEh, KT3TAZETHAEI R S M L - EE%
BY 5. 40mUBICAETEZ ENS . B, EiY
VoS & OIS X B RAR DAL O RA L S
CI-INH O &, HORIEORKFIC X %Pt C1-INH T
k) 2 0DJRNADH 57

ACE-TIZRRESNZHEFIEAE TIX, 79 VF =05
IREFFEDY ACE-I THIHRI SN2k R 7 5 U F = it
JLEL, AE ZA U 5. @ERIEES LT w0k
FHIT—HWICIER TH 5. ACEIHREZ D 0.1 ~
05%IAEL D EENBD,

72, ARB IC & % AE OFIERR I AW %2 s % s,
TI5VF R A I, Cl-INHOME235Ebh T
Wb, EESY OWEICX B L, 1983 ~ 2010 4E (2 AF
THE SN ACEIIZ X 5 AE X 2561, ARBIZ X 5
AE (& 4 BT, BEEAEIR & LTI IR 3o A8 B 28 % 1 -
THEBNZZ DD B 176 (58.6%) LK THY, &iF
WEEELERND H o 72 FHINRS SaERHEE C

OWFIIES D& K E L, SEM LHRBICHE L 72
FEFIAT10 61 (34.5%) &% Th -7, RUIHENRE
2 AE 29589ET 885 & L CTid, HAE EFARICZRA S
DY H =D o 2B A DBIERABLS B REM: &
TIVFZUDBRFNCA LT OER SN, — L il o
7o & FERPMBLT 2 REMEATRIZ E LTV 510,
INBUAD AE (121, Mo SEFIE YRR, o
FRERIE 2 % 0 ) IFIRERME D L O W 5. JHERAH D AE
FEROPEE LD, ok HFENEND

2) AE DFEHEIZDONWT

FERAH L Tw 2418, BRNOBREIRELTH
5. FEREORHER L FHNEEICTITITELL &, JE
ROWHEFELTH o L BN DA EMIETH
b, BRBEE) ALV A MIAA T 4 Z— 5 —
EHNMEAE 288 b N A 54101, BEOREMERT T
TATHRY—=HAFTA4 O OEHRFEICHE L THI L A
FIVERATUA FOERRG 21T, SRz HEL
72)ZATIERTY vORGEREHTE. 79VF =
M AE 25EbN 541, HAET R F 7213 NI TH
52 ML TWIUE, FEERFIC CI-INH BAI 75
VXU B2 RABRIEMBORGENE —RINE SRS
A, Bl FHTH Y, HA L T B EHEEIE D .
HAE DAt o AE 123§ 2 i H0E ML L TB 57, Cl-
INH 2METF LT ACELIZ & B384 AE T, Cl-
INH fiFei: 0SB CH o 72 L DL H 52, ERED
B CIIMRE L BICAT UL PRI A7 3 v
HENDLIENLVH, FOFMEICOVWTOTIE T
AFmL, BT LI L3P, 2L, HOMmER
BRI H BRI AE IS LTAT A FRGDH
WMTHol T 2HEZRDOLY, FHIEITEIZONT
&, HAMRZESAER L7 HAE 4 K54~ (%ET
2014 4ERID) 2B, REIFRIELTL » A1 ML
Ao 5 HELEoFEEMIH, WSHIRIEOBEHA 3 5 HAE
JEFNCIZ N I AT 2Ry V= (FAMATH Y
FHEER) oG EARETAHIL L ENTNE I,

3) AFEBI DD T

AIEBNT B CTUEEIN & 2 [l H o581k T K& Y BT
AT L, 3 H OFVE TR EIEDSEAT S 2 ARSI
BARGAT L7z, {RIEDSIEMETLC B 5 & 85 A T e AT
HB7zH, WOTHFEBEMERTE 2 L) HEICH BB
BYLUEND L. 20 HOFRMENWE L 72BICTFHiN
LREHERIC OV TGRS L, Z O TIIER AT
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Hotzlzd, BECHZ TREWHILICH =2 -1 (H
HERL 7 4 FC, mbh) %k L CRIET 2 HEzRE
L7 BEICZ T AN S N oz, ZEWRILE
PASHL, ZEMERRICSGEREMRZ 1T sk L7z

210 H OFAERNCITFRIIC b5 A5 282 %5 L
T2, 8tz FHiCT&E d oz, 3 HDIRIERIC
ARB |2 X 3 #I7: AE 258\, ARBZHIEL7-. %8,
FBERICIEA T O A FOEHHRGE21T> TWieas, 3l
EEEICHELT L7z, SOl P B SSER R YD Bl 2 A
LCA) &, ZERMTORIRHED ) 27 5 hbz
ERTFHEND 2D, 3EHORERIE, S0BHEICH
L CTPRimIC RS S 247 - TR Z IS L7z, §is8
W2 RS 22 AT L7275, 4 HIRICHAE T RE & 7
D, ZAEYRM AR TE 2 RSB IS THu LW
HBEODAE IZBWTIE, HEICKEREZADLEND S.

T EH
SIBRZEIZE D AE B3R L 72 2 455 L 72, iREH
IS L) SIEOXGEMERZ &2 Lz, KAEERO
FEPHE L %o 727%, 3 H OFEIERIZIIFEREE K D
TR 2 SOEMER D 2R L7z, ARB IR ICHAE IR 7
< ARBIZ X 2 FEHITEAE L2 L7z, AE DM Z b 5,
BEAEIE R HRBRIE 7 & O+ o3 R BEASB M IZ B W THE L
Frl E7o, BRHEACHETT 550ED AE T, JE

FEF NS SUE 2 FER T RE TH 5.
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